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Chapter 1



Definition and history of palliative care

Palliative care findsits origin in the modern hospice movementled by Dame Cicely Saunders.'
In 1967 Cicely Saunders founded the first professional hospice, St. Christopher’s Hospice,
in London. The hospice was founded on the principles of combining teaching, research and
clinical care, seeking a balance between ‘too much’ and ‘too little’ treatment. By listening
carefully to patients’ stories of illness, disease and suffering the concept of ‘total pain’ was
developed. Cicely Saunders coined the term ‘total pain’ to describe the multidimensional
character of the palliative patient’s pain experience including physical, social, emotional and
spiritual aspects of suffering. The holistic approach to pain has become a new strategy in the
care of dying patients.' The active total care for patients whose illness is chronic and who
are in the last phase of life is nowadays defined as palliative care. Palliative care focuses on
the control of pain and physical symptoms in addition to the social, emotional and even
spiritual aspects of suffering, and is neither intended to prolong life nor hasten death, but to
enhance quality of life.

In 2002, the World Health Organization (WHO) defined palliative care as: ... an
approach that improves the quality of life of patients and their families facing the problem
associated with life-threatening illness, through the prevention and relief of suffering by means
of early identification and impeccable assessment and treatment of pain and other problems,
physical, psychosocial and spiritual’?

The need for palliative care
The world’s population is ageing. People are living longer and the proportion of people living
to old and very old age is increasing.* In line with increasing life expectancy more and more

56 Chronic diseases such as cancer, cerebrovascular

people die from serious chronic diseases.
disease, heart disease and dementia tend to become more common with age. It might be
expected that along with an increasing number of people living to older ages more people
will live a relatively longer period of life with the effects of decline due to chronic diseases.”®
Older people reaching the end of life frequently suffer from more than one chronic condition.
Multi-morbidity causes a wide range of physical, psychological and social problems, and,
consequently, complex needs for care and support towards the end of life. As long-term care
facilities such as nursing homes and homes for the elderly are increasingly settings where
people live the last period of their life, long-term care facilities will also play an increasing
role in the care of frail older people at the end of life. Projections of the ageing population
show that more people will die from old age and/or complications due to end-stage chronic
diseases emphasizing the importance of the availability of appropriate and effective palliative
care to ensure people die with dignity.

Palliative care policy

Following the increasing and complex needs for care for people near the end of life, interest
in palliative care has significantly increased in recent decades. An analysis by the Economist
Intelligence Unit looked at access to services, quality of care and public awareness in 40
countries and found that the UK has led in terms of its hospice care and statutory involvement
in end-of-life care. Other European countries including Denmark, Finland and Italy were
found to lag a long way behind as the quality and availability of care is often poor and there
is a lack of policy co-ordinations in these countries. In 2003, the European council approved

a recommendation on palliative care that was adopted by the ministers of health in all 45
of the member countries; however, policy-making is mainly the responsibility of national
governments in Europe.’

In the Netherlands, palliative care has become an important topic in the political
agenda.'® Several incentive programmes have been developed to improve palliative care, and
to encourage education and training in palliative and end-of-life care.!"'* An important step
in the development of palliative care in the Netherlands was the policy programme “Palliative
care in the terminal phase’ that the Ministry of Public Health assigned to ‘“ZorgOnderzoek
Nederland” (ZON; in English: ‘Health Research and Development Council’)."**> This
programme started in 1997 and aimed to develop palliative care in the context of already-
existing institutions such as home care services, nursing homes and hospitals. Following
on from the programme ‘Centers for the development of palliative care” (COPZ’s) were
established which have significantly contributed to the expertise and increase in research
activities in palliative care. Currently, palliative care is firmly on the public agenda and has
become even more important for policy makers who organise and provide care. The state
secretary for Health Well-being and Sports described palliative care as essential to the quality
of life in the last phase of life and to ensure a dignified death.'® As policy makers and health
care professionals need to be provided with knowledge to develop policy and improve clinical
practice, palliative care research is of great importance. The volume of research on end-of-life
care, death and dying has grown considerably in recent decades and much progress has been
made. However, end-of-life care research is still relatively new and faces many challenges.

Conceptual challenges in palliative care research

Conceptual clarity is a challenging factor in all research but particularly in a young and
evolving research field such as palliative care. A great variety of operational definitions
are found in research on this phase of life.'®'” A disparity exists between conceptual and
operational concepts of terminal illness and dying, and it is unclear what time period is meant
by the end of life. Palliative care populations have been defined in various ways by researchers
and policy makers.'”!8 Defining the scope of palliative care is of significant importance
for research in this field, especially to enable the comparison of results across studies and
countries. Borgstede et al describe the lack of clear population criteria as a consequence
of the WHO-definition of palliative care which focuses on the goals of palliative care but
is rather vague in describing the eligible population.” Palliative care is most commonly
associated with people facing life-threatening illness and, consequently, much research on
palliative care focuses on people with cancer. However, palliative care can also be applied to
those with other chronic diseases such as heart failure, renal disease or neurodegenerative
diseases such as multiple sclerosis or amyotrophic lateral sclerosis. Palliative care populations
can be defined by the type of care provided in different health care settings e.g. hospice or
palliative care unit. Patients can also be categorized as palliative care patients when receiving
treatment that is not directed at cure or prolongation of life or when death is expected in
the near future. In several randomized clinical trials investigators rely on the physician’s
prognosis about the last phase of life.'***?! Conceptual differences as described above can be
highly limiting with regard to generalizability, cross-study comparisons, research design and
the selection of measurement instruments."”
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Ethical challenges in palliative care research

In addition to conceptual challenges, end-of-life research creates some ethical challenges.
Firstly, ethical questions arise when defining the risks and benefits of participation in a
study.? This may become even more difficult as a patient’s needs for care change substantially
as they near the end of life.” In particular, randomizing terminally ill patients into two
groups, one receiving a new intervention or therapy and the other receiving ‘no treatment,
standard therapy, or perhaps placebo, raises ethical difficulties.?*** This may become even
more difficult as care needs change substantially towards the end of life. Second, research
involves extensive and increased frequency of testing compared with standard clinical care
while the goal of palliative care is to relieve suffering and improve comfort for patients
and their families. Third, ethical concerns can be raised by the fact that the competence of
patients near the end of life may be impaired. People can only give consent to participate in
study if they are capable of understanding the information given by researchers. In addition,
study participants must be competent to be able to decide at any time to withdraw from a
study.*?¢ Especially for people facing a life threatening illness voluntary informed consent
to participate in a research study may be difficult. These patients may be willing to try
any treatment that might offer relief and may feel dependent on a research institute or
investigator for their care. The vulnerability of patients near the end of life may influence
their decision to participate in research projects.”?® A care provider’s decision to ask a patient
to participate in a research study may also be influenced by a patient’s health condition. Care
providers may believe that participating in a study may harm the patient. However, patients
may be quite willing to participate and may see the benefit of interaction with a researcher
or therapist, of making a contribution and of telling their story.?’

Practical and methodological challenges in palliative care research

Research on end-of-life or palliative care is also characterized by several practical problems. A
major practical issue in conducting prospective studies in general may be the characteristicsand
condition of the study population. The prospect of attrition due to early death is inevitable in
end-of-life care studies, in addition to functional attrition, referring to the fact that palliative
care patients are often unable to complete questionnaires or participate in interviews due
to weakness, exhaustion or cognitive impairment.”” However, randomized controlled trials
have been considered as the gold standard for establishing robust evidence of the effects of a
particular treatment or intervention as selection bias and confounding are avoided using this
30-32

study design.**3? In general, because a patient’s condition and evaluations can be followed
over time or until the point of death, to study the process or trajectories of dying, prospective
study designs are preferred over retrospective designs.'”** A challenge may be recruiting
sufficient patients in the last phase of life to create a sample that is large enough. Recruitment
often takes much more time than investigators have estimated. Lasagna’s law described this
phenomenon: at the time patient recruitment starts, the number of eligible patients becomes
a fraction of what it was assumed to be before recruitment began. Investigators frequently
depend on general practitioners (GPs) or other physicians to enrol patients into their study.
However, GPs may tend to forget about the study or become less aware, due perhaps to
the low prevalence of eligible patients or to time constraints.’**> Other reasons that eligible
patients will not be recruited may be an unexpected rapid physical deterioration in the
patient, a lack of skill and confidence in the physician or researcher in inviting them to take

part, or the view that involvement would be too burdensome for the patient.’* Moreover,
at the time recruitment for end-of-life care studies starts, patients, especially those treated
or residing in academic settings, may already be taking part in other research studies. In
addition to the fact that terminally ill patients are rarely stable, the clinical heterogeneity
regarding type of intervention, dose and duration of treatment, may limit end-of-life research
and make any comparison and generalization extremely complicated. Another important
methodological challenge includes the difficulty of determining appropriate outcomes and
identifying measurement instruments to adequately assess those outcomes.

Palliative care research has frequently been associated with cancer patients and,
consequently, not much research has investigated palliative care in long-term care facilities.
However, palliative care can make an important contribution to improving the quality of life
of older patients who suffer from multiple chronic diseases rather than cancer, though this
may involve more challenges as there is a higher prevalence of cognitive impairment among
older patients. As long-term care facilities are becoming more important in the provision
of palliative care for those older people with multiple chronic diseases, part I of this thesis
specifically focuses on the state of the art and the methodological rigour in palliative care
research in long-term care facilities.

Measuring quality of life in palliative care

Over the past few decades, there has been a growing interest in the impact of health and
36 Not guantity of life but the improvement of
quality of life has been increasingly used as an outcome in health care research. Currently,

health care on the quality of human life.

in numerous scientific studies outcome measurement plays an important role in order
to observe changes in patients’ subjective health status or to demonstrate improvement
in quality of life which can be attributed to the effects of a specific intervention.” The
European Organisation for Research and Treatment of Cancer (EORTC) Quality of
Life Group developed one of the most widely used outcomes measures to assess health-
related quality of life.*® This questionnaire, the EORTC QLQ-C30, has been developed
to assess physical and psychosocial symptoms and functioning in cancer patients. Several
supplementary questionnaire modules have been developed to assess more specific issues
relevant to particular types of cancer such as colorectal cancer, lung cancer and breast cancer.
In addition, a shortened version of the EORTC QLQ-C30 was developed for use in palliative
care patients, EORTC QLQ-CI15-PAL.* Quality-of-life measurement is a fundamental
aspect of palliative care because achieving the best quality of life for the patient and his or
her family is the main purpose of palliative care. Most researchers and clinicians agree that
quality of life is a multi-dimensional construct referring to a state of subjective wellbeing.
However, the understanding of quality of life may be affected by several factors, such as
the patient population, the setting, culture and whether the concept is used in research or
clinical practice.”’ A consequence might be that quality of life has been approached in many
different ways and that a great variety of measurement instruments has been developed and
used in the last few decades. In addition, patients receiving palliative care are frequently not
able to complete a questionnaire themselves and a proxy or health care professional will need
to rate or assess the patient’s quality of life.

Results obtained by instruments are used by researchers, health care professionals and
policy-makers in order to develop further research, guidelines, evidence-based care and

11
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policy. Therefore the use of good or high-quality measurement instruments is of significant
importance as these are able to provide more trustworthy results. First of all, in selecting a
measurement instrument, a good content validity is one of the most important measurement
properties of an outcome measure. Content validity refers to the degree to which the content
of a measurement instrument is an adequate reflection of the construct to be measured.!
Does a questionnaire developed to assess quality of life in terminally ill patients include all
aspects relevant to these patients and are the aspects appropriate and sufficiently covered? In
addition to a good content validity, a high-quality measurement instrument should measure
what it is intended to measure, and all items in an instrument’s scale or sub-scale should be
internally consistent or, in other words, measure the same construct. The instrument should
also be able to provide similar results on repeated measurements, and to detect changes
over time.* A measurement instrument that meets all the aforementioned criteria can be
considered as a high-quality instrument. Additionally, a measurement instrument needs to
be appropriate and practically feasible for use in a particular study and setting,.

Therefore, part II of this thesis aims to identify any existing instruments that might be
able to assess quality of life in palliative care patients and to assess the content and clinimetric
quality of these instruments.

Measuring dignity at the end of life

Palliative care is of great societal importance and growing attention has been paid to the
perspective of the patient. Patients considering the end of life frequently mention the
importance of preserving dignity. Dignity has been increasingly considered as a central goal
in palliative care.

Dignity can be defined as the quality of being worthy of esteem or respect. A distinction
can be made between two types of dignity: basic dignity and personal dignity. Basic dignity
is the inherent dignity of every human being, which nothing can take away, and personal
dignity refers to a personal sense of worth, associated with personal goals and social
circumstances. It is related to a person’s self-esteem and perception of being respected by
others, and consequently it can be taken away or enhanced.”* In this thesis we focus on
personal dignity at the end of life.

The preservation of their dignity is mentioned frequently by patients when considering
the end of life. Dignity is important to 92 per cent of the Dutch general public when asked
what they consider important in their dying phase.”’ Disease and disabilities often elicit
concerns about loss of dignity. In addition, loss of dignity is one of the most important
reasons to formulate an advance directive in the Netherlands, and one of the most common
reasons for requesting euthanasia or physician-assisted suicide.”** The law in Oregon
concerning physician-assisted suicide is called ‘the Oregon Death with Dignity Act’.®
Understanding the causes of dignity-related distress could help to improve palliative care and
research in palliative care. However, in order to make a concept measurable the concept first
needs to be given theoretical meaning. In other words, to identify aspects that cause dignity-
related distress at the end of life, conceptualization and operationalization of the concept of
dignity is required. Dignity-related distress refers to suffering that can be caused by physical,
psychosocial, spiritual, or existential issues, or as is often the case in terminally ill patients,
some combination thereof.”® Chochinov and colleagues developed an empirical model of
dignity from a qualitative study to understand how dying cancer patients understand and

define dignity.* As research involves empirically studying variables in order to describe and
test hypotheses about the concept of interest, Chochinov and colleagues developed items
from the themes and sub-themes in the model.”® Subsequently, terminally ill cancer patients
were asked how much they thought that these items could influence their sense of dignity. In
this way the dignity model was validated and the Patient Dignity Inventory, a measurement
instrument to detect end-of-life dignity-related distress, was developed.”

Dignity is comparable to the concept of quality of life with regard to breadth and level
of abstraction. Compared to the number of studies that investigated quality of life, far fewer
investigated the concept of dignity or used dignity as an outcome. Personal dignity goes
beyond the assessment of physical and psychosocial health status and also includes perceptions
of personal worthiness as well as worthiness in relation to others. In addition to quality of life,
dignity can contribute importantly to palliative care research. Therefore, part III of this thesis
focuses on further exploring the construct of personal dignity at the end of life as personal
dignity.

Objectives and research questions of this thesis
This thesis consists of three parts, each with a different objective and different research
questions.

The general objective of the first part is to provide insight into the research methodology
in palliative care research in long-term care facilities. Most scientific studies on palliative care
have been conducted with cancer patients; however, long-term care facilities are becoming
more important in the provision of palliative care for older people. Therefore, part I
specifically focuses on palliative care research in long-term care facilities. Accordingly, the
research question addressed in Part I is as follows:

1. What is the methodological rigour of palliative care research in long-term care facilities in
Europe?

The objective of the second part of this thesis is to explore the concept of quality of life in
terminally ill patients and to evaluate quality-of-life measures suitable for use in palliative care.
The main goal of palliative care is to improve the quality of life of the terminally ill patient,
and therefore the measurement of quality of life plays an essential role in research in palliative
care. Spiritual support is associated with better quality-of-life but the concept of spirituality
is not well defined.”” Therefore, another objective of part II is to investigate whether and
how spirituality is operationalized in the quality-of-life instruments. The following research
questions are addressed in part IT of this thesis:

2. What are the most important quality-of life-domains for palliative care patients?

3. What is the content of and what are the domains measured by quality-of-life instruments
that are suitable for use in palliative care?

4. How is the domain of spirituality operationalized in the quality-of-life instruments?
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5. What is the feasibility and clinimetric quality of quality-of-life measures for use in
palliative care?

The third part of this thesis focuses on personal dignity at the end of life. Dignity is
increasingly considered as a goal of palliative care. The general objective of part IIT is to gain
insight into the construct of personal dignity at the end of life, and to explore personal dignity
as an outcome assessed by the Patient Dignity Inventory. The Patient Dignity Inventory is a
measurement instrument that was originally developed to detect end-of-life dignity-related
distress in terminally ill cancer patients.”® The research questions addressed in Part IIT are:

6. What is the meaning of personal dignity at the end of life and can this be adequately
measured with the Patient Dignity Inventory?

7. Does health status affect perceptions of factors influencing dignity at the end of life?

8. What are the perceptions of caregivers on factors influencing personal dignity in the
terminally ill?

Methods

In order to answer the research questions different studies were performed. This section
presents the main characteristics of these studies. The methods are described in more detail
in the separate chapters of this thesis.

Systematic literature review on research methodology in palliative care research in long-
term care facilities

In order to answer the first research question a systematic literature review was performed to
find out what types of studies have been done with respect to the patient populations, study
design and patient outcome measures on palliative care in long-term care facilities in Europe.
PubMed, Embase and PsychINFO databases were searched from 2000 up to May 2010 by
use of a search strategy including search terms related to ‘palliative care’ and ‘end-of-life care’
combined with search terms related to ‘long-term care’. The search strategy yielded a total of
2825 hits of which 14 articles were included because they reported on patient outcome data
of palliative care populations residing in a long-term care facility in Europe.

Literature reviews on quality of life

Two other literature reviews were conducted in order to answer research question 2 to 5.
One to identify the domains that are most important for the quality of life of incurably
ill patients and, one to identify instruments that can be used to measure these quality-of-
life domains. For the first review, a nonsystematic search was performed in PubMed to
find conceptual frameworks, indicators that are relevant for the evaluation of quality of life,
and aspects that are important for the quality of life of palliative care patients. From the
relevant studies that were found a framework that included the quality-of-life domains most
important for incurable patients was developed. The other review was a systematic literature
search in PubMed, Embase, CINAHL and PsycINFO databases to identify instruments
measuring (at least one domain of) quality of life. This search yielded a total of 2015 hits.

Finally, a total of 36 studies that described the development or validation of 29 instruments
in a population of patients with no curative treatment options were included in the review.
A checklist was used to describe the instruments’ characteristics and, a rating list was used to
evaluate the clinimetric quality of the instruments.

Survey study on dignity within the framework of a cobort study
The data used to answer research question 6 and 7 were collected within the framework of
an advance directives cohort study. This cohort study is a major ongoing longitudinal study
aiming to get insight into how advance directives are involved in end-of-life decisions in the
Netherlands.’® The data were collected by a structured questionnaire that was completed
by 3812 participant of the cohort in the Spring of 2007. One half of the participants of
the cohort completed the 22 items of the Patient Dignity Inventory’® by indicating the
extent to which they thought the items could influence their sense of dignity during the
last phase of life. The other half of the cohort responded to an open-ended question on
their definition of dignity and what issues would influence their sense of dignity during
the last phase of life. The responses to the open-ended question were used to define the
construct of dignity. The content validity of Patient Dignity Inventory was evaluated by
assessing the relevance and comprehensiveness of the items of Patient Dignity Inventory by
use of the COSMIN checklist (COnsensus-based Standards for the selection of health status
Measurement INstruments).>*%°

The data collected from the subsample of the advance directives cohort study that
completed the Patient Dignity Inventory (n=2282) were used to study the effect of health
status on the perceptions of factors influencing dignity at the end of life. This study sample
was divided in three different health status groups (good, moderate, poor) based on a question
on whether they had an illness and scores on the Euroqol-5D (EQ-5D) items. Descriptive
statistics and logistic regression analyses were used to investigate the effect of health status on
the perceptions of factors influencing personal dignity at the end of life, and the relationship
between those perceptions and socio-demographic characteristics.

Survey study on dignity among caregivers

In order to answer the last research question another survey study was performed. Trained
volunteers and end-of-life consultants (SCEN-physicians) were asked to indicate the
extent to which they consider the items of the Patient Dignity Inventory can influence
personal dignity in the last phase of life, and can make it problematic in practice to maintain
personal dignity in the last phase of life. From the Fall of 2006 to January 2007 the survey
questionnaire was completed by 236 volunteers and 427 physicians.

Outline of this thesis
The chapters of this thesis are based on articles that have been published in or submitted to
a peer-reviewed scientific journal, and can be read independently.

Chapter 2 describes what types of studies on palliative care in long-term care facilities in
Europe have been performed between the year 2000 and 2010.

Chapter 3 presents a quality-of-life framework and describes the content of and domains
measured by quality-of-life instruments that are suitable for use in palliative care. In particular,
there is a focus on how the domain of spirituality is operationalized in the instruments.
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Chapter 4 provides an overview of the feasibility and clinimetric quality of all the quality-
of-life instruments appropriate for use in palliative care is given.

Chapter 5 evaluates the construct of dignity and the content validity of the Patient
Dignity Inventory in people with an advance directive in the Netherlands.

Chapter 6 describes how the perceptions of personal dignity at the end of life are related
to health status, and other demographic factors.

Chapter 7 examines and compares how two different groups of care givers understand
personal dignity in terminally ill patients.

Chapter 8 will discuss the main findings. In addition to some methodological
considerations, implication for research policy and suggestions for further research will be
considered in the final chapter of this thesis.
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Abstract

Background
The European population is rapidly ageing, resulting in increasing numbers of older people
dying in long-term care facilities. There is an urgent need for palliative care in long-term
care facilities.

Aim

The aim of this study was to systematically review the literature on palliative care research in
long-term care facilities in Europe with respect to how the palliative care populations were
described, and to determine the study designs and patient outcome measures utilized.

Methods

We used a systematic literature review. The search strategy included searches of PubMed,
Embase and PsychINFO databases from 2000 up to May 2010, using search terms related
to ‘palliative care’ and ‘end-of-life care’ combined with search terms related to ‘long-term
care’. We selected articles that reported studies on patient outcomedata of palliative care
populations residing in a long-term care facility in Europe.

Results

This review demonstrated that there are few, and mainly descriptive, European studies on
palliative care research in long-term care facilities. Fourteen studies were retained in the review,
of which eight were conducted in the Netherlands. None of these studies described their
study population specifically as a palliative care or end-of-life care population. Retrospective
and prospective designs were applied using many different measurement instruments. Most
instruments were proxy ratings. Symptom (management) was the most frequently measured
outcome.

Conclusion

To improve future research on palliative care in long-term care facilities, agreement on what
can be considered as palliative care in long-term care facilities and, the availability of well-
developed and tested measurement instruments is needed to provide more evidence, and to
make future research more comparable.

Background

The European population is rapidly ageing, characterized by a higher life expectancy and a
decrease in birth rates in the European population.' The proportion of people living beyond
age 60 will increase in most European countries to an estimated percentage of 25%-30% in
2020, and 30%-35% in 2050.> Gomes and Higginson demonstrated that people will die
increasingly at older ages, and that the number of people dying at the age of 85 and over
is expected to rise from 32% in 2003 to 44% in 2030 in England and Wales.? As Europe’s
population is ageing, the proportion of people living into very old age is increasing and these
older people tend to die more often in long-term care facilities, such as care homes or nursing
homes (NHs).* However, it is not just Europe that is facing the aging of their population,
but also the USA, and even the populations of non-Western countries, and low- and middle-
income countries are ageing.’ Therefore, the provision of appropriate and effective palliative
care to the growing number of older persons is an issue of great clinical and public health
importance.* Moreover, it has been recognized that palliative care should be provided based
on needs rather than prognosis or diagnosis.®

Long-term care facilities, such as NHs, are increasingly settings where people live their
final period of life. In Belgium, the proportion of people who reach the end of their life whilst
resident in a NH increased from 17% in 1998 to 21% in 2001.7 In 2003 in Europe, there
was a diverse range of death rates in NHs, which varied from 14% in Wales to 33% in the
Netherlands.® The proportion of home deaths decreased overall from 31% in 1974 to 18%
in 2003 in England and Wales, and decreased at an even higher rate for people aged 65 and
over.> The projections for our ageing population emphasize the importance of organizing
adequate palliative care to meet the needs of older people.

Palliative care is defined by the World Health Organization (WHO) as an approach
that improves the quality of life of patients and their families facing the problem associated
with life-threatening illness, through the prevention and relief of suffering by means of
early identification and impeccable assessment and treatment of pain and other physical,
psychosocial and spiritual problems.’ Palliative care for older people living in long-term care
facilities should reflect their frailty and multiple problems and disabilities. A study from
the UK demonstrated that the prevalence of dementia was 62% within long-term care
institutions,'® and most people in NHs and similar facilities die from multiple serious chronic
diseases, and experience a complex trajectory of dying."!

Previous reviews on palliative care in NHs have focused on communication about end-
of-life preferences, symptom assessment and factors influencing the provision of end-of-life
care,'? or identified empirical studies on end-of-life care in NHs in the US," or focused on
interventions and evidence regarding the impact of the interventions."* However, the current
state of science in research in this population with respect to evidence for methodological
design, measurement or outcomes has not been systematically appraised. Research among
frail and very ill people must appropriately measure effects and outcomes in order to achieve
quality improvement, to conduct needs assessment and to evaluate specific interventions." In
order to provide best quality evidence, to direct policy and practice for palliative care in long-
term care facilities, it is essential to appraise the state of science to inform robust research, and
to make recommendations for a collaborative research agenda to plan effectively for ageing
populations.
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A pan-European co-ordinating action, ‘PRISMA’, is focused on measurement and
outcomes in order to inform best practice and harmonize research in end-of-life care across
Europe.'® Since many European countries are facing the need for effective palliative care in
long-term care facilities, robust evidence to underpin public health policy and clinical practice
is required. Therefore, one of the objectives of PRISMA is to identify and disseminate best
practice in measurement in long-term care facilities, and to co-ordinate research activities
in this field.

The aim of this study was to systematically review the literature on palliative care research
in long-term care facilities in Europe with respect to how the palliative care populations
were described, and to determine what study designs and patient outcome measures were
utilized.

Methods

Search strategy

A search strategy to meet the study aims was derived. We searched PubMed, Embase and
PsychINFO databases (2000-May 2010) using Ovid and the following search terms:
palliative, terminal, end of life, advanced care, dying AND nursing homes, aged care,
residential care/facilities, long-term care, assisted living facility, home for the aged, geriatric
care/nursing/patient, elderly care, geriatrics, gerontology (medical subheading (MeSH) term
or as a term that should be included in title/abstract) (see Appendix 1). The main search was
supplemented by manual searches and consultation of experts.

The following criteria for the selection of studies were used: (1) the study should be a
quantitative empirical research study; (2) the study should be on a palliative care population
residing in long-term care facilities. For the purpose of this review studies on people
diagnosed with a life-limiting incurable disease, as well as studies on frail and chronically ill
people residing in a long-term care facility, were included. In addition, since the provision
and structure of long-term care systems differ over countries, for the purpose of this study,
a long-term care facility is defined as an institution providing nursing care 24 hours a day
where mainly frail elder people are supposed to stay until death;'’; (3) the study should report
on patient outcome data in the domains of palliative care defined in the WHO definition
of palliative care: pain and other physical, psychosocial and spiritual problems; (4) the study
should be performed in one of the 27 countries included in the European Union or should
be performed in Norway or Switzerland; and (5) in order to investigate the current state of
science the study should have been published in English between 2000 and May 2010.

We excluded qualitative studies because this study is focused on outcome measurement.
Studies performed in a non-European country or studies published as a case report, editorial,
bibliography or reviews were also excluded. If there was any uncertainty about inclusion,
eligibility was assessed by two reviewers (GA and RH) based on the full text of the article.

Data extraction and analysis
Data were extracted from the articles for the description of the palliative care population in
a long-term care facility, the research method and design of the study, and the measurement

instruments and outcomes used in the studies by one of the authors (GA). The results of
the darta extraction were checked by all authors, and any disagreements were discussed and
resolved in a consensus meeting.

Results

The search strategy yielded a total of 2825 hits (Figure 1). The titles and abstracts were
screened, and 2809 references were excluded in line with the inclusion and exclusion criteria
described in the Methods section. Most of the excluded studies were qualitative studies,
studies not performed in Europe or were not reporting on patient outcomes but on place
of death, survival/readmission rates or on ethical aspects of palliative care in long-term care
facilities. Of the 16 full-text articles we studied, two studies'® !’
did not report on patient outcome data. Finally, a total of 14 studies were included in this

were excluded because they

review.

Figure 1 Results of Search Strategy

Embase Medline PsycINFO
713 references 882 references 1892 references
v

After checking for duplicates
2825 references
Titles and abstracts identified
and screened

Excluded based on abstracts - ---_._________ K
2809 references ;
v
Full copies retrieved and
assessed for eligibility

16 references

Excluded based on full text
2 studies

Total number of studies
retained in this review
14 studies
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Most of the studies included in this review were conducted in the Netherlands and
none described their study population specifically as a palliative care or end-of-life care
population. Table 1 illustrates that four studies recruited patients living in a long-term care
facility without any specific criteria.?*** Brandt et al.!"** described the study population as
terminally ill NH patients with a maximum life expectancy of six weeks, Van der Steen et
al.” focused in one study on the last month of life of demented NH patients, two studies

2627 and six studies focused

investigated cancer patients residing in long-term care facilities
(partly) on dementia patients in long-term care facilities.”®=*

Nine studies included in this review were prospective studies,?” 2272 26:27. 3032 of which
three studies were cross-sectional.?® 2> %’ Five studies were retrospective,'” 22> %2 of which
three studies used information from death certificates,?' chart reviews® or clinical records.?
In addition, all studies included were descriptive studies, for example, prospective descriptive
to examine the characteristics of care and quality of life during the last three days of life in
NHs,” or cross sectional to investigate the prevalence and management of pain in newly
admitted NH patients® or, for instance, retrospective to evaluate the presence of symptoms
in the last two days of terminally ill NH patients."

Table 1 shows that all but three studies*” ?>?* used at least one existing instrument to
assess pain, physical and psychological symptoms, symptom management, health-related
quality of life or discomfort. In addition, six studies? > 27> 28 31 32
status of the residents with the Mini-Mental State Examination (MMSE), the Functional
Assessment Staging of Alzheimer’s Disease (FAST) or the Bedford Alzheimer Nursing

Severity scale (BAN-s). Outcome measures most frequently used in studies on palliative care
11,20, 23-25,27,29,32

assessed the cognitive

in long-term care facilities included in this review were symptoms
management.”> ¥ The Edmonton Symptom Assessment Scale (ESAS) and European
Organization for Research and Treatment of Cancer Quality of Life Questionniare-C30
(EORTC QLQ-C30) were both used in two studies. Health-related quality of life was used
as an outcome measure in only one study26 and was assessed with the EORTC QLQ-C30;
discomfort or comfort in the dying phase was measured in three studies® > 3! using the
Discomfort Scale for Dementia of the Alzheimer’s Type (DS-DAT) and End-Of-Life Care
in Dementia Comfort Assessment in Dying (EOLD CAD) scale; Brandt et al.!! used a
visual analogue scale (VAS) in one of their studies to assess the quality of death; one study
used withholding or withdrawing artificial administration of food and fluids as an outcome

or symptom

measure;?' one study used the presence of suicidal thoughts as an outcome measure.”? Most
of the instruments were used as proxy ratings; physicians, nurses or relatives completed them
most frequently, and in only four studies data were collected from residents themselves.?,
222627 The different instruments contained different response scales, for instance, the ESAS
and the Resident Assessment Instrument (RAI) contained a VAS, as the Nottingham Health
Profile (NHP) is a yes/no questionnaire and the Palliative Care Outcome Scale (POS) and
the EORTC QLQ-C30 are four-point scales.

Table 1 Published European Research on Palliative Care or End-of-Life Care in Long-term Care Facilities

Measurement instruments

Outcomes measured

Aim and study design

Study population

Author, year, country

Pain (frequency and intensity) - Minimum Data Set (MDS) 2.0 based on observations of NH

Prospective cross-sectional study to investigate prevalence and

562 newly admitted NH* residents

Achterberg et al. 2007 *°

Netherlands

physicians at time of admission.

management of pain in newly admitted NH residents.

(representative sample of Dutch

- Nottingham Health Profile (NHP) answered by the patients

Perceived pain

NH patients).

read out by the NH physicians at time of admission.

A prospective observational study to investigate quality of Quality of care (physical - Palliative Care Outcome Scale (POS) (10-items; 5-point

448 terminally ill NH patients with

Brandt et al. 2005 **

Likert scale) completed on inclusion by NH physician and

symptoms and psychosocial

palliative care in terminally ill NH patients.

a life-expectancy of >6 weeks.

Netherlands

nurses and weekly by nurses.

aspects)

- Edmonton Symptom Assessment Scale (ESAS) completed

by NH physicians 48-24 h and 24-0 h before death.

Physical and psychosocial

Retrospective evaluation of presence of symptoms in last 2

463 terminally ill NH patients with

Brandt et al. 2006 "

Netherlands

symptoms

days of terminally ill NH patients.

a life-expectancy of max. 6 weeks.

- Resident Assessment Instrument Minimum Data-Set

Physical

Palliative Care (RAI MDS-PC) completed by NH physicians

48-24 h and 24-0 h before death.

symptoms/conditions

- Quality of death was rated on a VAS by NH physicians and

Quality of death

family members.

- Mini-Mental State Examination (MMSE)/ Functional

Cognitive status

Retrospective exploratory study. Data on symptoms,

141 severely demented elders in

Di Giulio et al. 2008 **

Assessment Staging of Alzheimer’s Disease (FAST) data

treatments, in last 48 h cardiopulmonary resuscitation attempts

long-term care institutions.

Italy

g records.

collected by clinical and nursin,

and life sustaining drugs, living wills and involvement of

family in EoL decisions collected from clinical and nursing

records.

Health related quality of life - European Organization for Research and Treatment of

Prospective evaluation of characteristics of cancer patients who

died in NHs.

395 cancer patients died in NHs.

Jordhoy et al. 2003 >

Cancer Quality of Life Questionniare-C30 (EORTC QLQ-

Norway

C30) completed by the patients one month before death..

- Questionnaire to classify the end-of-life decisions

Withholding or withdrawing

Retrospective, death certificate study and survey among NH

929 NH physicians.

Onwuteaka-Philipsen et al.

2001 %'

completed by NH physicians.

artificial administration of

food and fluids

physicians to investigate incidence of withholding or

withdrawing artificial administration of food and fluids (AAFF)

Netherlands

and features of decision-making in deaths of a NH patients.

Cognitive status - MMSE administered by trained physicians.

Prospective cross-sectional survey to examine concordance of

42 elderly cognitively intact cancer

Pautex et al. 2003 >’

- ESAS completed by patients, nurses and physicians.

Physical and psychosocial

symptom assessment between cancer patient, nurse and

patients residing in geriatric

Switzerland

symptoms

physician.

hospital with longstanding

palliative care specificity.
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instruments included items on pain except for the DS-DAT, which is an observational
instrument used to measure discomfort in severely affected Alzheimer patients. Achterberg

et al.?* used only the two pain items of the Minimum Data Set (MDS) in their study and the

NHP, which just focuses on pain. All other instruments included in Table 2 contain items on
the POS contained, in addition to items on pain, other physical problems and psychological

problems and items on spiritual problems. Shortness of breath is most frequently contained
by the instruments used in the studies included in this review regarding physical problems

other than pain. With regard to psychological problems, items on depression and anxiety are

other physical problems, and six of these also contained items on psychological items, and just
the most frequently contained in the instruments.

Table 2 shows the domains of the WHO definition of palliative care that were measured
by the instruments. The physical domain was measured by most of the instruments. All

33

owoy Jursinu ‘N«

‘yvap sjuannd 42}fb Yoo [ saalvja.L

pup sas.inu £q paj2jduwod (£d-O10 DLYOH Jo 1ed v -

muqumﬂ uonedrunuwwo)

swoydwAs jo uoping

's3u11os JUSISJJIP ¢ ul JI] Jo sAep ¢ Ise[ SuLmp 9J1] Jo Arfenb

pUE 2IBD JO SONSLIDJORIRYD oY) PAqLIOsap Apnys 9A10adso1g

‘Surpas owoy]

Sursinu e ur pap oym syuaned 70|

SPUBLIOYION
¢z LOOT '8 39 §32q100 A

suv1sdyd pN Aq parajduiod 1vQa-Sd -

110JWOISI

‘swaqoxd
ayejur paguojoid pue eruownoud woly SuIAp pue 110JWOISIP

U22M)Oq SUOTJEIOOSSE SSASSE 0) SAIPN)S 0A1300ds01d om |,

‘syuaned N poIudwp G7L

SPUB[IOYION
o 600T ‘& 10 UdA)S 1op UBA

suv1sdyd N 4q pagajduiod s-SNVd -
suvpisyd g 4q parajduios (LvA-Sa)

adA ], s Jowoyzyy Yy} Jo enuawd( J10J 9[edS 1I0JWOodsI(] -

SNJe)S JOWIAYZ[Y

110§ WOdSI(]

“eruownaud Jo SOUW09IN0 0} AJLIOAIS BIUAWOP

a3 Jo diysuone[a1 oY) ssasse 0} Apns 11009 dANIds0IJ

‘eruownaud 10J SONOIqIIUE YIIM

parean syuored HN PIUSWSP {1 ¢

SPUR[IOYION
¢ T00T "[B 30 U9)S 10p UBA

“sup1o1sdyd

HN 4q y1vap a.10f2q syjuow ¢ pajaduiod s-SNV -

uonodjur joer) A1ojeidsor
19M0J Jo suSis pue swoldwAg

SNJe)S JOWIAYZ[Y

'SPUB[IOYION] ) pue § oY) ul (eruownoud)
uonodFul JoB) A10)LIIdsar 10MO] PUB BHUSWIP Y)IM SJUOPISII

HN JO juounean dredwod o) saIpnjs 1101od oA10adsord om,

"uonOJUI 19BN
A107R11dS91 19MO] PUE BIJUIWIP

s syuaned HN yoIng 19

SPUBLIOYION
~¢ P00T [& 19 U9}S 1op UBA

LOIDB1SIAUT Y] YJIN MDIALd]UT 2ODf-01-20Df

u1 yvap 423fp 4vaA [-SYIOW 7 SISANU PUD YIDIP 12}fD SyUOW
7 sdaquiawt (uunf £q pazajduiod aress (QvD A 10d) SuIkq
Ul JUSWISSASS Y HOJWO)) BIUIWS(] Ul AIBd 9JIT-JO-Pud -
‘(s a10d)

9reos Juowaseuey WoldwAS BRUSWI( UT 18D AIT-JO-PuUy -
Ywap a.40faq syjuout ¢ sasianu Aq pajajduiod

(S-SNVE) 91eds A1112A9S Suisiny Jowoyz[y piojpag -

Surkp ur JuoWISSasse 110JWO))

juowodeuew woldwAig

SNJe)S JOWIAYZ[Y

*saI[Iuwrey pue sasinu £q pajer 9f1| Jo
pud o) Je syudned enuawap ul s3UNEI L0JwWod pue swojdwAs

u22M32q 29uapuodsariod 2)e3nsaaur 0) Apnys dAnadsonay

*S)uoOpIsal HN
81 JO 9JI] JO SYIUOUI JSE[ U PIAJOAUL

SIOAISIRY A[IUIe) pue SasIN

SPUB[IOYION]
<2 600T ‘T8 19 UIJ)S I0p UBA

“JUDISISSD
Y2.40asa. Aq 1o pva. "Te 1 [oAed Aq pasodoid Ajjeurdrio
eudwoudyd epromns Jo oouasaid oy uo suonsanb ¢ -

“JUDISISSD Y2.Dasa4 Aq pa.istutupp FSININ -

‘sueyd/siysnoyy
[BpIdINS JO 90UISAIJ

sme)s dARIUS0)

*SIUAPISal N Ul SopIoIns
pardwone pue suejd/syysnoyy/s3urjaa) [BPIOINS Jo/pue -yjeap

Jo doudleAald sjen[eAd 0) KIAINS [BUOIIOSS-SSOIO 0AT}00dSOI ]

"SHN Ul SUIAL] >G9 page

S[eNpIAIpUI 7/ | JO o[duues wopuey

ey
22 600 "B 19 090098

juowodeuew woldwAig

"RIUSWIAP JNOYIIM PUE [IIM SJUdnEd UIMIOQ 018D JI[-JO-PUd

J0 2dA) ur S90uIaJJIP AJIIUOPI 0} MIIADI MBYD dA1ddS0NY

*Kyro1g100ds o1e0 oAner|ed
Surpueis3uoy yym endsoy omerrod
ur pazi[eidsoy enuowop oYM

sjuaned (g pue i syuaned g

PUEBIOZIIMS

( LOOT 'T# 10 Xomeg

SIUIMWNAISUT JUIWDANSDI P

paAnspaw s2103n)

uS1sap dpms puv uny

uoyvindod {pmg

Anunoo ‘“uvad ‘toyny

32



Feeling about worthwhileness of
life, Feeling about yourself as a

Spiritual problems
person

X

Anxiety/worried
Depression, Anxiety, Well-
being

Tense, Irritated, Depressed,
Worries, Interference of
family life and social
activities

Depression, Fear, Anxiety,
Resistance to care

Fear, Anxiety, Crying,
Moaning, Serenity, Peace,
and Calm

Sad facial expression,
Frightened facial expression,
Relaxed body language,
Fidgeting

Psychosocial problems

X

Difficulty with coughing, Shortness of breath at rest, Shortness of breath with exertion,
Constipation, Diarrhea, Dry mouth, Fecal Impaction, Nausea/vomiting, Anorexia,
Change in sleep pattern, Change in usual sleep pattern, Tired easily, Fever, Impaired
endurance, Infections, Skin condition, Nutritional intake, Nutritional state;

(Items added in Brandt et al. study: Death rattle, Fatigue, Confusion, Pressure ulcer)
ADL, Mobility, Shortness of breath, Tiredness, Sleeping problems, Weakness, Appetite,
Nausea, Vomiting, Constipation, Diarrhea, Difficulty with remembering things, Overall
(Items added in Veerbeek et al. study: Agitation, Fear, Confusion, Confusion,
Discomfort, Restlessness, Shortness of breath, Choking, Gurgling, Difficulty in

Noisy breathing, Negative vocalization, Content facial expression, Frown

Activity, Nausea, Appetite, Shortness of breath, Drowsiness

Incontinence, Troublesome mucus production)
Shortness of breath, Agitation, Calm, Skin

perceived health and quality of life

breakdown
swallowing

Other physical problems

X

Pain

X
X

X
MDS: Minimum Data Set, NHP: Nottingham Health Profile, POS: Palliative Care Outcome Scale, ESAS: Edmonton Symptom Assessment Scale, RAI: Resident Assessment Instrument, EORTC QLQ-C30: European

Organization for Research and Treatment of Cancer Quality of Life Questionniare-C30, EOLD SM: End-Of-Life care in Dementia Symptom Management scale, EOLD CAD: End-Of-Life Care in Dementia Comfort

Table 2 Instruments and the Domains of the WHO Definition of Palliative Care Measured
Assessment in Dying scale, DS-DAT: Discomfort Scale for Dementia of the Alzheimer’s Type, ADL: activities of daily living.

* Achterberg et al.”® just used the pain items of the MDS.

MDS*
NHP

POS
ESAS
RAI
EORTC
QLQ-C30
EODL-SM
EODL-
CAD
DS-DAT

Discussion

This review identified 14 studies reporting on patient outcome data collected in long-term
care facilities in Europe published after the year 2000. The majority of the studies included
in this review are performed in the Netherlands, and most did not describe the study
population as terminally ill or specifically as a palliative care or end-of-life care population.
All studies were descriptive rather than evaluative studies. Symptoms, especially pain, were
the most frequently measured outcomes, and many different measurement instruments were
used to collect patient outcome data.

Palliative care in long-term care facilities

This review showed that in Europe relatively little attention has been paid to research on
palliative care in long-term care facilities. Much research in the field of palliative care has
been focused on patients with specific diseases, such as cancer, and in specific settings,
such as inpatient and home palliative care services, which is probably due to the fact that
patients residing in long-term care facilities do not often have specific terminal diseases and
usually die from complications associated with the final stages of chronic diseases, such as
pneumonia.?* This may contribute to the fact that the care given in long-term care facilities
is not always considered as palliative care, to the vagueness on what exactly is the palliative
phase in these settings, and that studies in long-term care facilities do not describe the study
populations specifically as a palliative care population. However, the studies included in this
review, for instance, focused on the last month of life, or terminally ill NH patients and,
therefore, have been retrieved by our search terms related to palliative and end-of-life care.
The way a study population is defined depends on the aim of the study, and accordingly, in
this field of research, whether a long-term care study population is considered as palliative
or end-of-life care population or not. Accordingly, it is likely that some studies in which
the study population was not specifically described as a palliative care population were not
indexed on the literature databases as studies related to palliative care or end-of-life care,
and consequently, that they would not have been retrieved by our search strategy. However,
in order to develop evidence for these patient groups in the domains of palliative care and
to improve research on palliative care in long-term care facilities we need to develop more
uniformity in defining the palliative care population.

Furthermore, the system of long-term care in different countries may influence the care
given in long-term care facilities. This may also be the reason that there is more research in,
for instance, the Netherlands compared to Italy. The long-term care system of Italy and other
South European countries is in a pioneering phase, while the Netherlands and Norway have
a long tradition of developing a system of long-term care.?® In addition, in most countries in
the South of Europe informal carers provide a significant part of the care given to patients
at the end of life,” whereas in the Netherlands, a system of public long-term care insurance
exists which means that the state bears the responsibility for the elderly in need of long-
term care.*® Moreover, the Netherlands is the only country where NH medicine exists as
an independent medical specialism.®® Since the introduction of NH medicine in 1990, this
field has made rapid developments that could probably be ascribed to the fact that this
field is getting involved in various scientific research projects developing guidelines and
geriatric expertise in this field.* This might explain why there is more research on residents
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approaching the end of their lives in long-term care facilities in the Netherlands than in other
European countries.

Study designs

The European studies identified in this review were descriptive: either prospective or
retrospective. Accordingly, Froggatt et al.' demonstrated that even the literature on
interventions and development of tools in the field of palliative care in long-term care facilities
was mainly descriptive. However, this study evaluated the current state of science regarding
methodology, outcomes and the use of measurement instruments in research on palliative
care in long-term care facilities. Descriptive studies are very useful to identify, for instance,
relationships between patient characteristics and symptoms, or care needs in long-term
care facilities, generating hypotheses for further research.” However, high-quality trials and
intervention studies will provide more evidence.? The randomized controlled trial could be
considered as the gold standard of clinical science, because selection bias and confounding are
avoided.”*! Nevertheless, randomized controlled trials are expensive and not always ethical,
and it is difficult to recruit sufficient patients in the last phase of life residing in long-term
care facilities to create a sample that is large enough to be successful in removing confounding
variables.

However, there are some promising initiatives with regard to gathering patient outcome
data and the improvement of palliative care in long-term care facilities: the Liverpool Care
Pathway for NHs to improve advance care planning;** the Gold Standards Framework for care
homes to improve palliative care in the long-term care settings;*® and initiatives to identify
NH managers’ understanding of end-of-life care.*

Outcome measures and measurement instruments

Mainly the physical domain was measured in the studies included in this review. Symptoms,
especially pain, were the most frequently measured outcome in European studies on palliative
care in long-term care facilities. This is possibly due to the fact that the emphasis has been
laid on the physical aspects of care and, accordingly, most instruments available for this field

1.%5 and Ferrell

of research focus on physical symptoms. However, Ferrell et a
importance of a range of aspects influencing the quality of care and satisfaction with care
given at the end of life.

The studies included in this review used different measurement instruments; only the
ESAS and the EORTC QLQ-C30 were used in two different studies, once to measure quality

of life and once to measure symptoms. Although several instruments can be used to assess

emphasize the

symptoms, the instruments contained a different number of response options, as well as
different response scales. Moreover, there is a lack of knowledge on which instruments are valid
and most appropriate for use in long-term care settings. Most measurement instruments are
not developed and validated in a palliative care population residing in a long-term care facility.
Furthermore, many residents are cognitively impaired, which makes using most instruments
very complicated. Consequently, many self-report instruments are not useful. Family members
or health care professionals are frequently used as proxies; however, studies investigating the
agreement between patient and proxy ratings report inconsistent findings.”>' Nevertheless,
given the high prevalence of dementia in long-term care facilities, proxy assessments are of
great significance in studies on palliative care in long-term care facilities.

Limitations
This study has several limitations. Firstly, although, many studies were identified by our
search strategy, we cannot be sure that we did not miss any.

Another limitation could be the restriction to papers published after the year 2000,
because we wanted to investigate the current state of science. In addition, we only include
English language papers, and we focused only on studies conducted in Europe and,
consequently, we did not include studies conducted in, for example, the USA or Australia.
Consequently, it could be possible that we missed studies published in languages other than
English. Furthermore, because we focused on patient outcome data, we did not include,
for example, studies on bereavement needs of family members, which should have been
included according to the definition of palliative care.

Conclusions and recommendations

In summary, there are only a few European studies on palliative care in long-term care
facilities that reported on patient outcome data published in the last 10 years. Long-term
care facilities are increasingly responsible for palliative care because more people are now
living longer, and more older people, experiencing multiple chronic diseases, need to be
cared for in long-term care facilities. Consequently, the care for elderly people in long-term
care facilities should be considered as palliative care. Dementia, which affects many long-
term care residents, can be considered as a terminal disease and a palliative approach can
positively contribute to the quality of care for these patients. Palliative care is not just focused
on physical symptoms but focuses also on psychological and spiritual aspects, which makes
it an appropriate approach for long-term care residents with their multidimensional care
needs.

However, Pautex et al.’> described that palliative care in long-term care facilities differs
from mainstream palliative care with regard to the need for a comprehensive geriatric
assessment, the recognition of unique features of symptoms and the comorbidity in these
patients.

Furthermore, outcome measurement is of utmost importance for the development
and improvement of adequate palliative care in long-term care facilities. Accordingly,
measurement instruments validated in a long-term care population who received palliative
care are urgently needed. Currently, a project aiming to systematically review the feasibility
and clinimetric quality of outcome measures used to assess the quality of palliative care in
residential aged care facilities is in progress. To what extent these measurement instruments
reflect the concerns of patients requiring palliative care residing in long-term care facilities
should be investigated. However, this study will be very helpful for choosing an adequate
instrument and to indicate whether future research should focus on the development of new
instruments or on further testing of existing (proxy) instruments. In addition, agreement on
what can be considered as palliative care in long-term care settings based on a collaborative
effort between palliative care researchers and geriatric and NH medicine researchers, and the
use of one or a few well-developed instruments might help to make research more comparable
and, consequently, provide more evidence. Moreover, to develop adequate palliative care
in long-term care facilities multidimensional research, high-quality trails and intervention

studies are needed to verify hypotheses defined by the descriptive studies conducted in this
field.
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Appendix 1

Search term included in the search strategy

palliative care
palliative nursing
palliative therapy
palliation

palliative medicine
palliative radiotherapy
palliative surgery
palliative treatment
terminal care
terminally ill patients
end-of-life care

end of life

dying

death

nursing home

nursing home patient
nursing home resident
long term care patient
nursing home
intermediate care facilities
skilled nursing facilities
residential home
residential institution
residential care institution
residential facility
assisted living facilities
homes for the aged
homes for the aged
housing for the elderly
old age home

old people home
elderly care

aged

frail elderly

geriatric nursing
geriatric patients
geriatrics

gerontology
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Abstract

Background
Despite the importance of palliative care and quality of life (QoL) as an outcome measure,
lictle research evaluated the QoL instruments that are used in end-of-life situations.

Aim

The aim of this study was to evaluate the content of and domains measured by QoL
instruments that are suitable for use in palliative care and how the domain of spirituality was
operationalized in these instruments.

Methods

We conducted two literature reviews. One identified the domains that are most important
for the QoL of incurably ill patients and resulted in a framework of QoL domains. The
other review identified 29 instruments measuring (at least one domain of) QoL that are
appropriate for use in palliative care.

Results

Most of the instruments covered only one or two QoL domains, and none of the instruments
covered all QoL domains included in the framework. Among the 29 instruments, 15
included items on spirituality. We also categorized the spirituality items contained in the
instruments into the spirituality aspects in the framework. Most spirituality items concerned
the meaning or purpose of life.

Conclusion

This study provides information about the domains included in QoL instruments that are
suitable for use in palliative care and provides insights into the differences in content, which
can be helpful when choosing an instrument for use in palliative care.

Introduction

Interest in palliative care has increased in recent decades. Palliative care is defined by the
World Health Organization as active total care, of which the main interests are: control of
pain; other symptoms; and psychological, social and spiritual problems.! The main purpose
of palliative care is to improve the quality of life (QoL) of patients for whom there are no
curative treatment options, and their families. Therefore, QoL has become an important
outcome measure in palliative care research, and as a consequence, there are various QoL
instruments that can be applied in palliative care.

In the literature, QoL is considered as a multidimensional construct. Physical,
psychological, social and spiritual aspects have been identified as domains that are of great
importance to a patient’s total well-being.>® However, there is no consensus on the number of
relevant domains or on the content of the QoL domains. Consequently, there is considerable
difference in the content and domains of the various QoL instruments.

Despite the growing importance of palliative care and quality of life as an outcome
measure, little research has evaluated the content of the QoL instruments that are used in
end-of-life care research. Only one study has compared the content of QoL instruments,
but this comparison was based on the International Classification of Functioning, Disability
and Health, which mainly focuses on physical domains.* Many studies have identified the

> including our previous review, 11

feasibility and clinimetric quality of QoL questionnaires,
which may be of help when choosing an instrument for palliative care research or clinical
practice. However, to make a well-informed decision about the appropriate instrument
for palliative care research, additional information about the domains that are included in
the instrument is of major importance. Additionally, an overview of the content of such
instruments is also significant for further development of the instruments; it will indicate the
domains of QoL that are insufficiently covered by the existing instruments.

Although palliative care focuses on a patient’s total well-being, much emphasis has
been laid on the physical domain in the assessment of QoL in palliative care,'” and many
instruments that are used in palliative care also contain items related to psychosocial
problems. We hypothesized that items concerning spirituality are seldom included in the
majority of QoL instruments, although spiritual issues become more and more important at

the end of life. Steinhauser et al.'> 4

studied seriously ill patients and found that existential
issues had become more important to these patients since they became ill.

Furthermore, research indicates that the existential or spiritual domain is an important
determinant of QoL in the palliative care setting,' probably because spirituality or existential
issues may offer a way in which to cope with the illness and the illness-related difficulties.
Moreover, it has been recommended in the literature that studies with QoL as an outcome
measure should take the spiritual and religious concerns of patients into account because
such concerns play a role in QoL." '® However, there is no consensus about the definition of
spirituality or how to measure it. Spirituality relates to the search for a meaning and purpose
of life, the connection with a transcendent dimension of existence, and the experiences and
feelings associated with that search.'> !
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The main objective of this study is to provide an overview, and to compare the content of
and domains measured by the existing QoL instruments that are suitable for use in palliative
care. The second objective was to examine the domain of spirituality at item-level, and to
evaluate how this domain is operationalized in the existing quality-of-life instruments. This
information should facilitate the process of selecting a QoL instrument for use in palliative
care.

Methods

Search strategies

This study included two literature reviews: the aim of one review was to identify the domains
that are most important for the QoL of incurably ill patients, and the aim of the other was to
identify instruments that can be used to measure these QoL domains.

For the first review, we performed a non-systematic literature research to identify
theoretical and overview papers focusing on the QoL domains that are most important
for patients for whom there are no curative treatment options. We searched PubMed for
empirical studies and review articles about QoL questionnaires that are appropriate for use
in palliative care. These studies described the item selection procedure, which in general
included the involvement of patients and QoL experts. The search terms we used were:
‘quality of life’, ‘palliative’, ‘end-of-life’, ‘questionnaire’, ‘assessment’, ‘psychometric’. We also
searched for studies which used the Schedule for Evaluation of Individual Quality of Life
(SEIQoL),"™ " a semi-structured interview protocol in which patients are asked to nominate
domains of life that influence the quality of their life. We examined the patient-generated
domains that were listed in the studies in which the SEIQoL was used in a population of
incurably ill patients.

Secondly, we performed a systematic literature review to identify QoL instruments that
are appropriate for use in palliative care. We searched PubMed, Embase, CINAHL and
PsychINFO from 1990 up to April 2008, using a methodological search filter to identify
instruments’ measurement properties and terms related to palliative care and quality of life.’
Because spirituality is somewhat underrepresented in QoL instruments, we added the search
term “spiritual” in our search strategy, and this yielded 2015 hits. We screened the titles and
abstracts of all these references, with the following inclusion criteria: 1) the study should
describe the development or validation of a measurement instrument, 2) the instrument
should measure at least one domain of QoL in a population of patients with no further
curative treatment options, 3) the study should evaluate at least one measurement property
of the instrument, and 4) the instrument was validated in an English or Dutch population.
Ninety-six studies met the inclusion criteria. We finally identified 29 instruments that
measure at least one domain of QoL. That systematic review, in which we focused on
measurement properties, is described in more detail elsewhere.11 In the present review we
focus on the content of these 29 instruments (see Appendix for full names of instruments).

Data-extraction

Relevant studies retrieved from the review of the QoL domains included, for instance,
conceptual frameworks, indicators that are relevant for the evaluation of QoL, or aspects
that are important for the QoL of palliative care patients. We extracted from these studies
information about all domains and associated aspects. We subsequently made a framework
that included the domains of QoL that are most important for incurable patients, and then
classified the underlying aspects that are relevant to these domains. Discussions among the
authors resulted in consensus about the domains and the aspects that are relevant to these
domains.

We identified the domains that were designed to be measured by the instruments
identified in the review of the QoL measures. To determine which QoL domains are covered
by the instruments, we assigned the domains included in the QoL instruments within
the framework identified in the first review. We used the domains as mentioned by the
researchers who developed the instrument and did not consider the items included in the
instruments. In this way, we made an overview of the content of and domains measured by
the different QoL instruments that are appropriate for palliative care.

In addition, we categorised the spirituality items included in the QoL instruments
into the aspects of spirituality identified in the first literature review focusing on the QoL
domains organised in the QoL framework. Because we could not categorise two items into
any of the aspects of spirituality, we added one aspect to the framework to accommodate
these two items: “evaluation of life”. The categorization of the spirituality items was based
on consensus that we achieved by discussion among the authors and after consultation with
several experts.

The spirituality items of three instruments (McGill Quality of Life Questionnaire-
Cardiff Short Form [MQOL-CSF], Missoula-VITAS Quality of Life Index [MQLI]-
Revised and Problems and Needs in Palliative Care questionnaire [PNPC]-short version)
were not categorised because these instruments were revised versions that included the same
spirituality items as the original instruments (MQOL, MVQOLI and PNPC) that were
already included. The spirituality items of the McCanse Readiness for Death Instrument
(MRDI) were not included because we could not find a full description of the instrument,
and therefore information about the items was missing.

Results

Table 1 presents the QoL framework, which is based on the first literature search to identify
QoL domains. The framework shows the domains that are most important for incurably ill
patients. Each domain includes several aspects associated with the domain. The domain of
psychological well-being included the greatest variety of aspects.
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Table 1 QoL Framework Appropriate for Palliative Care
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. " . . . g
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S Q
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= 8 N
. . . . . . . . . . S S §
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Helplessness; Sense of failure

Dysphagia; Eating restrictions; Pain; Reflux
Dysphagia; Eating restrictions; Pain; Reflux;
Symptoms; Family and friend relationships;
Life closure issues; Decision making and
Psychophysiological; Functioning;
Self-reconciled; Self-restructuring

Freedom; Appreciation of life; Contentment,
Resentment; Social Integration

Physical, Cognition, Social, Energy, Role,
Psychological symptoms; Existential well-
being; Support; Physical symptoms

Symptoms and functions
communication abilities
Rest, Function, Emotion

Patient-generated
Social/spiritual

Anxiety
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Table 3 presents the spirituality items per instrument, categorized into the aspects of
spirituality from the QoL framework (Table 1). Five of the 11 instruments included in
Table 3 contained five or more spirituality items, and eight of the ten instruments included
covered at least two aspects of spirituality. All but one instrument included one or more
items categorized into “purpose of life” or “meaning of life”. Six instruments included
spirituality items on “feeling at peace with life”, two instruments included “evaluation of
life” and three instruments included “feeling at peace with God”. Items on “preparation for
death” and “acceptance of death” were scarcely included in these instruments. The Spiritual
Needs Inventory (SNI) and Needs Assessment for Advanced Cancer Patients (NA-ACP)
are the only two instrument that included items on “religion,” on religious activities such
as “praying,” “clarifying spiritual beliefs”, and “talking with someone about religious or
spiritual issues,” whereas the other instruments included items on feelings and outcomes
regarding meaning/purpose of life, relationships with self and others, and spiritual and
existential issues. The spiritual subscales of two questionnaires included items that we
categorized into another domain, and not spirituality. We categorized “I feel hopeful” into
the domain of psychological well-being, because hopefulness is associated with emotions,
and we categorized the item “How satisfied are you with the spiritual support you get from
your health care team?” into the domain of perceived quality of care.
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Spirituality aspect

Wordings of spirituality items

Instrument

measured

Is this (item) a problem?

PNPC

Purpose of life

Yes — Somewhat — No

« Difficulties to be engaged usefully

Purpose of life

Yes — Somewhat — No

« Finding it hard to be available to others

Feeling at peace with God

Yes — Somewhat — No

« Difficulties in keeping confidence in God or religion

Acceptance of death

Yes — Somewhat — No

« Difficulties concerning the meaning of death

Acceptance of death

Yes — Somewhat — No

« Difficulties in accepting the disease

Purpose of life

Yes, all the time

10

Over the past 3 days, did you felt life was worth living?

POS

Most of the time

Sometimes

Occasionally
14 No, not at all

Below is a list of statements that other people with a serious illness have said may be important. Please tell me how true each statement is for you.

QUAL-E

Not at all - A little bit - A moderate amount - Quite a bit - Completely

Feeling at peace with life

« I have regrets about the way I have lived my life

Meaning of life

« Despite my illness, I have a sense of meaning in my life

Feeling at peace with life

« | feel at peace

Is this need currently met

Do you think this is a

In order to live your life

SNI

in your life?

spiritual need?

2

Sully, do you need to ...:

Religion

Yes - No Yes - No

1-2-3-4-5

* Read a religious text

Religion

Yes - No Yes - No

1-2-3-4-5
1-2-3-4-5
1-2-3-4-5
1-2-3-4-5
1-2-3-4-5

« Talk with someone about religious or spiritual issues

Religion

Yes - No

Yes - No

* Be with people who share my spiritual beliefs

Religion

Yes - No

Yes - No

* Use inspirational material

Religion

Yes - No

Yes - No

* Use phrases from a religious text

Religion

Yes - No

Yes - No

* Read inspirational materials

Religion

Yes - No Yes - No

1-2-3-4-5
1-2-3-4-5

* Pray

Religion

Yes - No

Yes - No

* Go to religious services

* We categorized the items into another domain than spirituality.

Discussion

This study presented a QoL framework including the domains and associated aspects that
are most important for incurably ill patients. One domain in the framework, psychological
well-being, contained the greatest variety of aspects. The results of this study also showed that
the content of and the domains covered by QoL instruments that are appropriate for use in
palliative care vary greatly. Most of the instruments covered only one or two QoL domains,
and none of the instruments covered all QoL domains within the framework. Furthermore,
some domains that are relevant to QoL were seldom included in the instruments. The results
did not support our hypothesis that the domain of spirituality is seldom covered by QoL
instruments. Among the 29 instruments that we identified as suitable for use in palliative
care, 15 included spirituality items, and most of them contained items regarding “purpose
or meaning of life” and “feeling at peace with life”.

The quality-of-life framework

It is important to realize that some aspects included in the framework may also be relevant
to more than one domain. For example, “hobby” and “leisure” could be categorized into
the domain of social well-being, as well as the domain of physical functioning; “control/
autonomy” and “loneliness” could be categorized into the domain of social well-being, as
well as psychological well-being; and “acceptance of death” and “feeling at peace with life
or God” could be categorized into the domain of psychological well-being, as well as the
domain of spiritual well-being. In the framework, we categorized “dignity” into the domain
of psychological well-being, but dignity is comparable in breadth and level of abstraction
to the concept of QoL. Dignity can be considered as an outcome that could be affected by
almost all other QoL domains and, therefore, as an aspect of all QoL domains. Additionally,
it is important to emphasize that the overview (and comparison) of the content of the QoL
instruments is based on the domains as assigned by the researchers who developed the
instruments.

The quality-of-life domains

The 29 instruments contained a varying number of domains. Only one instrument contained
a subscale for cognitive functioning. A possible explanation for this may be that almost all
instruments were self-report questionnaires, designed to be completed by the patient and,
therefore, not applicable for cognitively impaired patients. Another remarkable result is
that we underestimated the number of QoL instruments measuring spiritual issues. This is
possibly because of the lack of a clear definition of spirituality. Furthermore, because our aim
was to investigate the spiritual sub scale more extensively, we added “spiritual” to the search
strategy to identify QoL instruments that contained spiritual items, and we found four extra
instruments containing items on spirituality because of this extra search term.

The domain of spirituality
Spirituality is not well-defined, but there is consensus that spirituality is a concept that

2223 This is reflected in our results: most of

is broader and more inclusive than religion.
the spirituality items concerned the meaning and purpose of life and death. However, is it

notable that only two instruments contained items on religion, altough it is obvious that
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religion is a dimension of spirituality. Nowadays, spirituality is seen as a fundamental issue
in palliative care.” So to improve our knowledge about spiritual issues at the end of life, to
provide spiritual care, and to recognize a patient’s spiritual needs, a clear definition of the
concept of spirituality is imperative. In addition, a clear definition will provide information
on the extent to which instruments fully cover the spirituality domain.

Limitations and recommendations

None of the instruments in this study contained all the domains of QoL that were included
in the framework. The PNPC questionnaire and the NA-ACP both cover the most domains
of QoL compared with the other instruments. In addition, the latter instrument covers the
most aspects of spirituality. However, when selecting an instrument to measure QoL for use
in palliative care research or clinical practice, one must first decide what should be measured,
taking into consideration the aim of the study or the care needs. Consequently, the aim of
the research, the study population, and the type of intervention or the care needs may dictate
a specific content of the instrument. Furthermore, when choosing an instrument, aspects
such as feasibility and clinimetric quality also must be taken into account. Therefore, given
the many parameters involved in choosing an instrument, and the lack of guidance from
the literature, we cannot select one or a few instruments which are the most appropriate for
measuring QoL in palliative care. Hence, an international expert group meeting on QoL
instruments for use in palliative care could be valuable to move forward to provide more
help in selecting the most appropriate instruments for use in palliative care research. Such
an expert group also could provide consensus-based guidelines that are necessary for the
development, validation and translation of QoL instruments for palliative care.

However, it should be stated that the comparison of the content of QoL instruments
presented in this article provides information about the domains included in the various
instruments that are suitable for use in palliative care or end-of-life care, and provides insight
in the differences in the content of these instruments. Moreover, we have elaborated on
the categorization of spirituality items, which provides insight into how and the extent to
which spirituality is measured by these instruments. In addition to our previous article,
which provides information on the feasibility characteristics and the clinimetric quality of
the instruments,! the information in this article can help to make a well-informed decision
on the use of a QoL instrument for use in palliative care.
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Appendix

Abbreviations and Full Names of the Instruments

BHI
CAMPAS-R
DS

EFAT
EFAT-2

EORTC QLQ-OES18

EORTC QLQ-STO22

ESAS
FACIT-Pal

HQLI

LCS

LEQ

MQLS
MQOL
MQOL-CSF
MRDI
MSAS
MSAS (FC)
CMSAS
MSAS-GDI
MVQOLI
MVQOLI-R
NA-ACP
PAQ

PDI

PNPC
PNPC-sv

POS
QODD
QUAL-E
SNI

Brief Hospice Inventory

Cambridge Palliative Audit Schedule

Demoralization Scale

Edmonton Functional Assessment Tool

Edmonton Functional Assessment Tool (revised version)
European Organisation for Research and Treatment of Cancer
Quality of Life Questionnaire — Oesophageal cancer module
European Organisation for Research and Treatment of Cancer
Quality of Life Questionnaire — Gastric cancer module
Edmonton Symptom Assessment Scale

Functional Assessment of Chronic Illness Therapy-Palliative
subscale

Hospice Quality of Life Index

Life Closure Scale

Life Evaluation Questionnaire

McMaster Quality of Life Scale

McGill Quality of Life Questionnaire

McGill Quality of Life Questionnaire-Cardiff Short Form
McCanse Readiness for Death Instrument

Memorial Symptom Assessment Scale

Memorial Symptom Assessment Scale (Family Caregivers)
Condensed Memorial Symptom Assessment Scale

Memorial Symptom Assessment Scale-Global Distress Index
Missoula-VITAS Quality of Life Index

Missoula-VITAS Quality of Life Index - Revised

Needs Assessment for Advanced Cancer Patients

Patient Autonomy Questionnaire

Patient Dignity Inventory

Problems and Needs in Palliative Care questionnaire

Problems and Needs in Palliative Care questionnaire-short
version

Palliative care Outcome Scale

Quality of Dying and Death questionnaire

Quality of life at the end of life

Spiritual Needs Inventory
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Abstract

Purpose
In this literature review we evaluated the feasibility and clinimetric quality of quality-of-life
(QoL) measurement instruments suitable for use in palliative care.

Methods

We conducted a systematic literature review to identify instruments measuring (at least one
domain of) QoL. We selected articles that present data on patients receiving palliative care
and at least one measurement property. A checklist was used to describe the characteristics
of the instruments, and a widely accepted rating list was used to evaluate the clinimetric
aspects.

Results

29 instruments were identified and evaluated, most of which were targeted at palliative
patients in general. None of the instruments demonstrated satisfactory results for all
measurement properties. Fourteen instruments received positive ratings for construct
validity. Thirteen instruments were tested for reliability, but only two were tested adequately
and had positive results (ICC>0.70). Responsiveness was not tested adequately for any of
the instruments. Very few of the studies provided information on the interpretation of the
scores. Overall, the MQOL, followed by the QUAL-E and the QODD, received the best

ratings for their measurement properties.

Conclusions

Many measurement instruments were identified, but most had not yet been adequately
evaluated. The evaluation of existing instruments with good content validity should have
priority over the development of new instruments.

Introduction

The interest in palliative care has significantly increased in the past decade. The main focus
of palliative care is to improve the quality of life of patients and their families who face the
problems associated with a life-threatening illness.! Palliative care may entail any form of
medical care or treatment that concentrates on the prevention and relief of suffering. Any
combination of pain and symptom management, psychological care, and spiritual care, and
social support can be applied to improve the quality of life of patients for whom there are
no longer any curative treatment options.? Palliative care is most commonly associated with
cancer patients, but it can be applied to all patients with incurable diseases, for example
patients with heart failure, renal disease or neurodegenerative diseases such as multiple
sclerosis or amyotrophic lateral sclerosis.

Quality-of-life measurement is an important aspect of palliative care, given that
maximizing the quality of life of terminally ill patients is the main aim of this type of care. A
large variety of quality-of-life measurement instruments are appropriate for use in palliative
care. However, both feasibility (for example the number of questions and the completion
time needed) and clinimetric quality varies widely over these instruments. Furthermore, at
present there is no agreement on how quality of life should be measured, or which is the
best instrument to use. Consequently, many different quality-of-life questionnaires are used,
and new ones continue to be developed. We felt the need to determine which are adequate
instruments, in order to facilitate decision making with regard to the most appropriate
instruments for use in research or clinical practice.

A variety of earlier reviews have identified quality-of-life measurement instruments that
are appropriate for use in palliative care.>'® However, none of these reviews could serve
as a guide for the adequate and comprehensive choice of a questionnaire for research or
clinical practice. First of all, because many reviews® ”? have focused on instruments that
have been specifically designed for cancer patients, whereas quality-of-life measurement in
patients with other terminal diseases is also of great significance. Furthermore, Jordhoy et
al.’ recently published a review of quality-of-life measures, but they focused on the aspect
of physical functioning only. Mularski et al.' reviewed not only quality-of-life instruments,
but all measures of end-of-life care, including instruments to measure satisfaction and the
quality of the care, caregiver well-being, grief and bereavement. Additionally, most reviews
could possibly have missed some studies which focused on domain-specific instruments,
because the reviewers searched for instruments measuring overall quality-of-life. In
particular, spirituality-specific instruments could have been missed, because spirituality
has only recently been considered to be important for the quality of life of terminally ill
patients.'" 2 As a consequence, spirituality is somewhat under represented in several quality-
of-life measurement instruments. Moreover, all of the reviews™!° described the content and
measurement properties of the instruments, but none had a rating list with explicit criteria
assessing measurement properties. Therefore, it remains difficult to compare the quality of
various measurement instruments, and to determine what a good, or the best questionnaire
is, given any combination of measurement purpose and patient group.

The purpose of the present study was to make an inventory of all currently available
quality-of-life measurement instruments that are suitable for the use in palliative care and to
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assess the content and clinimetric quality of these instruments. This can help investigators
and clinicians in their choice or an adequate measurement instrument that is applicable in
palliative care.

Methods

Selection of the measurement instruments

We searched PubMed, Embase, CINAHL and PsycINFO for relevant literature in the
English and Dutch language (January 1990 to April 2008). The following keywords were
used to identify eligible studies: palliative care, terminal care, hospice care, end-of-life, and
quality of life (MESH term or text word), combined with a search filter for clinimetric
studies. Because spirituality is somewhat under represented in a number of quality-of-life
instruments, we added two search terms: ‘religion and psychology’ (MESH term) and
spiritual (text word). Appendix 1 presents a detailed overview of the search strategy. All
abstracts were reviewed by one reviewer to assess whether the study was eligible for inclusion
in the review. We applied the following inclusion criteria: 1) the study should describe the
development or validation of a measurement tool; 2) the measurement instrument should
measure (at least one domain of) quality of life in a population of patients for whom there
are no further curative treatment options; 3) the study should have investigated at least one
measurement property of the instrument; 4) the measurement instrument should have been
validated in a English or Dutch population. We excluded studies concerning instruments
that are intended to measure the quality of and/or satisfaction with palliative care. Studies
published as a clinical trial, case-report, editorial, bibliography or review were also excluded.
If there was any uncertainty about inclusion, eligibility was assessed by two reviewers based
on the full text of the article.

Data-extraction

Data were extracted from the articles for the description of the instrument characteristics
and the quality assessment by two independent reviewers (GA and one of the other authors).
The results of the data-extraction and the ratings for the clinimetric characteristics were
compared, and any disagreements between the reviewers were discussed and resolved in
consensus meetings. If necessary, any remaining disagreement was resolved by a third reviewer
(HCWdV or MAE). The quality assessment ratings were based on the quality criteria for
measurement properties defined by Terwee et al.’® and the preliminary version of the
‘COnsensus-based Standards for the selection of health status Measurement INstruments’

COSMIN. !

Instrument characteristics

The descriptive data extracted from the studies included: a) the target population; b) the
quality of life domains the instrument is intended to measure; ¢) the number of items;
d) the number of response options; €) the scoring algorithm (e.g. sub scale scores and/or
total score); f) the recall period; g) the time needed to complete a questionnaire; h) the

mode of administration (e.g. [proxy] self-report or interview); and i) whether the full text
of the instrument is available. These aspects describe the design, content and application of
measurement instruments, and provide clinicians and researchers with information which
could help them to decide which instruments may be appropriate and/or feasible for a
particular study or setting.

Measurement properties

Measurement properties convey information about the clinimetric quality of a measurement
instrument, and can guide researchers and clinicians in making a choice between various
potentially appropriate instruments. We rated content and construct validity, internal
consistency, reliability, responsiveness and interpretability. The quality criteria will be
described in more detail below (see also Appendix 2).

Validity

Validity refers to the extent to which an instrument measures what it is intended to measure.!
The instruments were evaluated for both content and construct validity. Content validity
refers to the degree to which the domains of interest are represented by the items in the
questionnaire.'® These items must reflect aspects that are important to patients for whom

5

there are no further curative treatment options. Therefore, the involvement of patients
in the item selection is a requirement, in combination with reference to the literature or
consultation with experts. There should be a clear description of the measurement aims,
the target population and the item selection. Lastly, the full text of the instrument must be
available to achieve a positive rating.

Construct validity refers to the extent to which the scores for a particular instrument
correspond to other measures in a manner that is consistent with theoretical expectations
concerning the constructs that are measured.'” Construct validity should be assessed by testing
predefined hypotheses (e.g. about expected correlations between (scales of) a questionnaire
and another comparable instrument). A positive rating is achieved if the hypotheses are
specified in advance and at least 75% of the hypotheses are confirmed.

Internal consistency: Internal consistency is a measure of the extent to which items in a
questionnaire (sub) scale are correlated, thus measuring the same construct. Factor analysis
should be applied to determine the homogeneity of items in a (sub) scale. To determine the
internal consistency Cronbach’s alpha should be calculated for each (sub) scale separately. A
positive rating is achieved when factor analysis is performed in an adequate study size (7*
number of items AND > 100) and Cronbach’s alpha for each sub scale is between 0.70 and
0.90. Note that Cronbach’s alpha is only relevant if the instrument is based on a reflective
model. In a reflective model, the construct to be measured is reflected in the items, in
contrast to a formative model, in which the items are causal and form the construct to be
measured.'®

Reliability

Reliability concerns the degree to which repeated measurements in stable persons provide
similar results. The time-interval between two measurements needs to be short enough to
ensure that no change in quality of life has to be occurred and long enough to prevent recall
bias. A time-interval of 1 week was considered to be appropriate for terminally ill patients.
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We assessed the test-retest reliability and the absolute measurement error. Reliability refers
to the extent to which the instrument is able to distinguish patients from each other, despite
measurement error. Reliability was assessed as positive if an intraclass correlation coefficient
(ICC) or Kappa of at least 0.70 was calculated for each domain.

Absolute measurement error, measuring lack of agreement, estimates the absolute
difference between two repeated measurements, and is expressed in the dimension of
measurement. The standard error of measurement (SEM), or the smallest detectable change
(SDC) are adequate measures of absolute measurement error. The SDC must be smaller than
the minimal important change (MIC), or the MIC must be outside the limits of agreement
(LOA) to score a positive rating. Because the MIC value is a relatively new approach, and
not yet widely known, a positive rating is also given if the authors have provided convincing
arguments that the measurement error was acceptable. In both the evaluation of test-retest
reliability and measurement error, the sample size must be at least 50 patients.

Responsiveness

Responsiveness refers to the ability of an instrument to detect important change over time in
the concept being measured.”” The evaluation of responsiveness requires predictions about
how the results of the questionnaire should correlate with other related measurements.
Therefore, responsiveness is rated as positive if hypotheses about the relationship between
change in the instrument and corresponding changes in reference measurements were
specified in advance. A positive rating is also given if the instrument is able to distinguish
clinically important change from measurement error. Therefore, responsiveness must be
tested by relating the SDC to the MIC, as described under measurement error.

Interpretability

Interpretability is defined as the degree to which (change) scores on an instrument can be
interpreted. Mean scores and standard deviations should be reported for at least 4 relevant
(sub) groups of patients. In addition, the authors must provide information about what
(difference in) score would be clinically meaningful, and no floor or ceiling effects must
be present. Floor and ceiling effects were considered to be present if more than 15% of
the respondents achieved the highest or lowest possible score. If all the above mentioned
requirements are met, interpretability is rated as positive.

Scoring of the measurement properties

For each of the above mentioned measurement properties the following rating options were
used: 0 = not done, = low quality, ? = indeterminate and + = high quality. Validity, reliability
and responsiveness depend on the setting and the population in which they are assessed.
Therefore, descriptions of the characteristics of the study population, measurements, setting
and data analysis of every individual clinimetric study were rated. If a description was
lacking or methodological weaknesses were found, the clinimetric property was rated as
indeterminate.

Results

Selection of studies

The search strategy yielded a total of 2015 hits (Figure 1). The titles and abstracts were
screened, excluding 1950 references as irrelevant according to the inclusion and exclusion
criteria described in the Methods section. The main search was supplemented by manual
searches of the reference lists of the retrieved articles, which yielded four additional articles.
Of the 69 full-text articles we studied, 36 met the inclusion criteria. Most of the excluded
studies concerned quality-of-life instruments, but the evaluation of the measurement

d.228 Other studies were excluded because of an irrelevant

29-35

properties was not describe
study population, for example a curative patient population, or because the aim of the
study was not to develop or validate an instrument but, for example, to compare different
questionnaires,’** or because the instrument that was validated was not available in English
or Dutch.45-48 Another reason for exclusion was that the instrument was intended to
measure the quality of the care or satisfaction with the care.®*? Finally, a total of 36 studies

concerning 29 questionnaires were included in this review.

Figure 1 Results of search strategy

Embase PubMed PsycINFO CINAHL

759 references 1227 references 110 references 516 references

After checking for duplicates
2015 references
Excluded/Irrelevant based on '
abstracts € 3
1950 references
Included for further

investigation 65 references
'
|
|
:

Additional 4 references
from manual searches of the
reference lists and review
articles

Excluded/Irrelevant based on
full texts 33 references

Total number of studies = 36 Total
number of instruments = 29
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Instrument characteristics

Table 1 presents a description of the 29 instruments (full names are given in Appendix 3).

More than half of the questionnaires were specifically developed for palliative care patients
in general, but several questionnaires were designed for cancer patients, and two for hospice

132), while

4/9) had the least items. The Emanuel and Emanuel

medical directive could take two or three hours to complete, whereas the PDI, the CMSAS

and the ESAS all take about two to five minutes to complete. Most of the instruments are

138), followed by the NA-ACP (n

8) and the PAQ (n

self-report questionnaires, designed to be completed by the patient. The POS has two almost

identical versions, a patient version and a staff version. Five other questionnaires could be
completed by either the patient or a proxy. The Emanuel and Emanuel medical directive, the

patients. The PNPC had the most items (n

the MQOL-CSF (n

MRDI, the QODD and the QUAL-E are interview-based questionnaires. The SEIQoL* is

not included in the tables because it differs from the other instruments with regard to the
mode of administration (semi-structured interview) and the nature of the generated data
(individual, patient-generated scores and dimensions). Therefore, the categories that apply

to all other instruments presented in the tables do not apply to the SEIQoL.
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Measurement properties

The MQOL had the best clinimetric quality rating, followed by the QUAL-E and the

QODD. All these questionnaires have good content validity, construct validity and internal

in Table 3. None of the instruments included in our review had been adequately tested for
consistency, but only the MQOL has good reliability. Information on responsiveness,

The ratings of the measurement properties that were assigned to the instruments are shown
all measurement properties on the rating list.

Table 2 presents the published clinimetric data concerning the identified questionnaires.

absolute measurement error and interpretability was lacking or insufficient for the MQOL,

the QUAL-E and the QODD.
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Discussion

Our review identified 29 questionnaires to assess the quality of life of palliative care patients,
of which 7 were revised versions of the original instruments. The characteristics and the
clinimetric quality of the instruments varied substantially. None of the instruments achieved
satisfactory ratings for all categories. Overall, the MQOL received the best ratings for its
measurement properties, followed by the QUAL-E and the QODD. These questionnaires
are all designed to assess the quality of life of palliative care patients in general, but only the
QODD is designed to be completed by family members or health care workers.

Because many measurement properties were not (adequately) tested for a large number
of instruments, we describe the shortcomings of the testing below. In order to achieve
adequate content validity, the involvement of the target population in the item selection is
crucial, because patients are the experts on their own quality of life. The selection of items
was inadequately performed for seven of the instruments, mainly because the patients were
not involved in the process. Furthermore, 18 questionnaires fulfilled the requirements with
regard to content validity .

Studies evaluating construct validity were available for all but four instruments. In all
articles except one, construct validity was assessed by correlating the instrument to (sub
scales of) other quality-of-life measures, performance scores or symptom distress scores.
Nevertheless, 10 instruments scored ‘doubtful’ for construct validity because no hypotheses
were formulated, and four other instruments scored doubtful because there was no
information about the expected direction or magnitude of the correlation. Furthermore,
when reviewing the articles, it is impossible to check whether hypotheses were formulated
before the data-analysis was performed.

When developing a questionnaire, the theoretical dimensional structure should be tested
with factor-analysis, but this had not been done for six questionnaires included in this study.
Another reason for a doubtful rating for internal consistency was an inadequate study size.
Moreover, Cronbach’s alpha is positively influenced by the number of items in a sub scale,
irrespective of the average correlation among items. Five out of nine questionnaires which
were rated positive for internal consistency in this study contained more than 22 items.
Furthermore, for almost all questionnaires it was not clear whether the items were based on
a reflective model or a causal model.

For 12 instruments a test-retest study was performed, but only two questionnaires met
our criteria for good reliability. Several authors calculated a correlation coefficient, but this
measure is inadequate because systematic differences are not taken into account. Moreover,
because terminally ill patients are rarely stable, it is complicated to determine an adequate
time-interval between measurements. A short time-interval (> 1 week) often causes recall
bias, but palliative care patients may change with regard to the construct to be measured if
the time-interval is more than one week.

All the instruments identified in this review were developed as an evaluative outcome
measure. However, the responsiveness of quality-of-life questionnaires is seldom tested. None
of the instruments had adequate responsiveness, but this is probably due to the strictness of
the criteria for testing responsiveness. Moreover, the MIC and the SDC are relatively new
concepts that have received much attention recently. However, a considerable number of

quality-of-life instruments were developed and validated before there was consensus on the
criteria for testing responsiveness. The same applies to absolute measurement error, which
was not calculated for one of the identified questionnaires.

None of the developers of the questionnaires included in this review paid sufficient
attention to the interpretability of the outcome scores, which is not remarkable given the
strict criteria for interpretability. It is difficult to recruit sufficient terminally ill patients, let
alone to recruit four relevant sub groups of patients.

We set high standards for the assessment of measurement properties, and accordingly,
many measurement properties were not favorably evaluated. However, ‘doubtful’ or ‘poor’
ratings for the clinimetric characteristics of a questionnaire do not necessarily mean that
the questionnaire is inadequate. A doubtful rating should be a motive for further testing
and evaluating the measurement properties according to the criteria developed by Terwee
et al.’® Therefore, our intention is not to promote the development of new quality-of-life
questionnaires for use in palliative care, but to support further testing of existing instruments
with good content validity and to select one or a few which are most appropriate for clinical
use and/or research purpose. In order to improve palliative care nationally and internationally,
organizations for the promotion and development of palliative care, such as the European
Association for Palliative Care (EAPC) or the International Association for Hospice &
Palliative Care (IAHPC), should also support further testing of the existing quality-of-life
instruments, which would also benefit all researchers working in this field. An important
advantage of the use of one or a few well-developed and adequately tested questionnaires is
the comparability of research results.

This study has a few limitations. Firstly, many studies were identified by our review,
but we can not be sure that we did not miss any. However, the search strategy included a
clinimetric search filter with a sensitivity of 90-97% to retrieve clinimetric articles, so it is
unlikely that we missed any relevant articles.” Furthermore, we checked the references of
the articles we included and we also consulted some experts to ensure we had not missed
any instruments. Another limitation could be the restriction to the English and Dutch
languages. However, because measurement properties are not automatically stable across
different languages or cultures, an instrument should be tested in the target population and
language, in accordance with the aim of study.

In conclusion, we presented a systematic review of 29 questionnaires which measured (at
least one domain of) quality of life applicable in the palliative care setting. Information about
practical aspects, such as the burden for the respondent, and the clinimetric quality of these
instruments could help clinicians and researchers in their choice of measurement instrument.
Apart from the clinimetric quality of the instrument, the purpose of the study also plays a
role in the choice of an instrument. If the purpose of the measurement is evaluation, testing
for responsiveness is important, and if the purpose of the study is discrimination, reliability
testing is of significance. As a consequence, we can not provide an explicit recommendation
for the use of one specific instrument. Future research should focus on further testing of
these measurement instruments.
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Appendix 1

Search Strategy

#1 (Palliative Care OR palliative OR Terminal Care OR terminal OR end of life OR limited
life OR Hospice Care OR After-Hours Care)

# 2 (Quality of Life OR quality of life) OR (Religion and Psychology OR spiritual*)
#1 AND #2 — #3

#4 (addresses OR biography OR case reports OR comment OR directory OR editorial OR
festschrift OR interview OR lectures OR legal cases OR legislation OR letter OR news OR
newspaper article OR patient education handout OR popular works OR congresses OR
consensus development conference OR consensus development conference, nih OR practice

guideline) NOT (animals NOT humans)

#5 (Clinical Audit OR audit OR outcome assessment (health care) OR instrumentation
OR Validation Studies OR reproducibility of results OR reproducib* OR psychometrics
OR psychometr* OR clinimetr* OR clinometr* OR item selection OR item reduction
OR observer variation OR observer variation OR discriminant analysis OR reliab* OR
valid* OR coefficient OR internal consistency OR (cronbach* AND (alpha OR alphas))
OR item correlation OR item correlations OR item selection OR item selections OR item
reduction OR item reductions OR agreement OR precision OR imprecision OR precise
values OR test-retest OR (test AND retest) OR (reliab* AND (test OR retest)) OR stability
OR interrater OR inter-rater OR intrarater OR intra-rater OR intertester OR inter-tester
OR intratester OR intra-tester OR interobeserver OR inter-observer OR intraobserver
OR intra-observer OR intertechnician OR inter-technician OR intratechnician OR intra-
technician OR interexaminer OR inter-examiner OR intraexaminer OR intra-examiner
OR interassay OR inter-assay OR intraassay OR intra-assay OR interindividual OR
inter-individual OR intraindividual OR intra-individual OR interparticipant OR inter-
participant OR intraparticipant OR intra-participant OR kappa OR kappa’s OR kappas
OR coefficient of variation OR repeatab* OR ((replicab* OR repeated) AND (measure
OR measures OR findings OR result OR results OR test OR tests)) OR generaliza* OR
generalisa® OR concordance OR (intraclass AND correlation*) OR discriminative OR
known group OR factor analysis OR factor analyses OR factor structure OR factor structures
OR dimensionality OR subscale* OR multitrait scaling analysis OR multitrait scaling
analyses OR item discriminant OR interscale correlation OR interscale correlations OR
((error OR errors) AND (measure® OR correlat® OR evaluat* OR accuracy OR accurate OR
precision OR mean)) OR individual variability OR interval variabilicy OR rate variability
OR variability analysis OR (uncertainty AND (measurement OR measuring)) OR standard
error of measurement OR sensitiv OR responsive* OR (limit AND detection) OR
minimal detectable concentration OR interpretab* OR (small* AND (real OR detectable)
AND (change OR difference)) OR meaningful change OR minimal important change OR

minimal important difference OR minimally important change OR minimally important
difference OR minimal detectable change OR minimal detectable difference OR minimally
detectable change OR minimally detectable difference OR minimal real change OR minimal
real difference OR minimally real change OR minimally real difference OR ceiling effect OR
floor effect OR Item response model OR IRT OR Rasch OR Differential item functioning
OR DIF OR computer adaptive testing OR item bank OR cross-cultural equivalence)

(#3 NOT #4) AND #5
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Appendix 2

uality Criteria for Measurement Properties
P

Property Definition

Quality criteria 2, b

Content validity The extent to which the domain
of interest is represented by the

items in the questionnaire

Construct validity The extent to which scores on a
particular instrument correspond
to other measures in a manner
that is consistent with theoretical
expectations concerning the
constructs that are being

measured

Internal consistency The extent to which items in a
(sub)scale are intercorrelated, thus

measuring the same construct

Reliability The extent to which the
instrument is able to distinguish
patients from each other, despite
measurement error (relative

measurement error)

Absolute measurement The absolute difference between

error two repeated measures

+ A clear description is provided of the measurement aim,
the target population, the concepts that are being measured,
and the item selection AND target population and
(investigators OR experts) were involved in item selection
AND a full copy of the instrument should be available;

? A clear description of abovementioned aspects is lacking
OR only target population involved OR doubtful design or
method OR a full copy of the instrument is lacking;

- No target population involvement;

0 No information found on target population involvement.

+ Specific hypotheses were formulated AND at least 75% of
the results are in accordance with these hypotheses;

? Doubtful design or method (e.g., no hypotheses);

- Less than 75% of hypotheses were confirmed, despite
adequate design and methods;

0 No information found on construct validity.

+ Factor analyses performed on adequate sample size (7 * #
items AND > 100) AND Cronbach’s alpha(s) calculated per
dimension AND Cronbach’s alpha(s) between 0.70 and 0.95
? No factor analysis OR doubtful design’;

- Cronbach’s alpha(s) < 0.70 or > 0.95, despite adequate
design and method *

0 No information found on internal consistency.

+ ICC or weighted Kappa > 0.70 AND time interval at least
1 week 3

? Doubtful design or method (e.g., time interval not
mentioned)

- ICC or weighted Kappa < 0.70, despite adequate design
and method;

0 No information found on reliability.

+ SEM OR MIC < SDC or MIC outside the LOA OR
convincing arguments that the measurement error is
acceptable;

? Doubtful design of method (OR SEM or MIC not defined
AND no convincing arguments that the measurement error
is acceptable);

- SDC or SDC = MIC or MIC equals or inside LOA OR
RR < 1.96 OR AUC < 0.70, despite adequate design and
methods;

0 No information on absolute measurement error.

Responsiveness The capacity of an instrument
to detect clinically important

changes over time

Interpretability The degree to which (change)

scores can be interpreted

+ Specific hypotheses were formulated AND at least 75%
of the results are in accordance with these hypotheses AND
at least 2 measurements are available AND the time interval
is described OR SDC or SDC < MIC or MIC outside the
LOA ORRR > 1.96 OR AUC 2 0.70;

? Doubtful design or method (e.g., no hypotheses);

- Less than 75% of hypotheses were confirmed, despite
adequate design and methods OR SDC or SDC > MIC or
MIC equals or inside LOA OR RR < 1.96 OR AUC < 0.70,
despite adequate design and methods;

0 No information on responsiveness.

+ Mean and SD scores presented of at least four relevant
subgroups of patients and MIC defined and no floor/ceiling
effects were present;

? Doubtful design of method OR less than four subgroups
OR no MIC defined OR floor/ceiling effects were present

0 No information found on interpretability.

ICC = intraclass correlation SEM = standard error of measurement; MIC = minimal important change; SDC = smallest detectable change; LOA = limits

of agreement; AUC = area under the curve; RR = responsiveness ratio

2 + = positive rating; ? = indeterminate rating; - = negative rating; 0 = no information available.

b Doubtful design or method = lacking of a clear description of the design or methods or the study, sample size smaller than 50 subjects (should be at least

50 in every (subgroup) analysis), or any important methodological weakness in the design or execution of the study.
! 75% of Cronbach’s alphas between 0.70 and 0.90 AND no Cronbach’s alpha < 0.50
2 < 75% of Cronbach’s alphas between 0.70 and 0.90 OR Cronbach’s alpha < 0.50

3 time interval at least 1 week OR less than 1 week when the questionnaire contains 30 items OR less than 1 week when convincing arguments were

given that the time interval was appropriate
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Appendix 3

Full Names of the Questionnaires Included

BHI
CAMPAS-R
DS

EFAT

EORTC QLQ-
OES18

EORTC QLQ-
STO22

ESAS
FACIT-Pal

HQLI
LCS

LEQ
MQLS
MQOL
MQOL-CSF

MRDI
MSAS

CMSAS

MSAS-GDI

MVQOLI

NA-ACP
PAQ
PDI
PNPC

PNPC-sv

POS
QODD
QUAL-E
SNI

Brief Hospice Inventory

Cambridge Palliative Audit Schedule
Demoralization Scale

Edmonton Functional Assessment Tool
Emanuel and Emanuel Medical Directive

European Organisation for Research and
Treatment of Cancerr Quality of Life
Questionnaire — Oesophageal cancer module

European Organisation for Research and
Treatment of Cancerr Quality of Life

Questionnaire — Gastric cancer module
Edmonton Symptom Assessment Scale

Functional Assessment of Chronic Illness
Therapy-Palliative subscale

Hospice Quality of Life Index

Life Closure Scale

Life Evaluation Questionnaire
McMaster Quality of Life Scale
McGill Quality of Life Questionnaire

McGill Quality of Life Questionnaire-Cardiff
Short Form

McCanse Readiness for Death Instrument

Memorial Symptom Assessment Scale

Condensed Memorial Symptom Assessment
Scale

Memorial Symptom Assessment Scale-Global
Distress Index

Missoula-VITAS Quality of Life Index

Needs Assessment for Advanced Cancer Patients
Patient Autonomy Questionnaire
Patient Dignity Inventory

Problems and Needs in Palliative Care
questionnaire

Problems and Needs in Palliative Care
questionnaire-short version

Palliative care Outcome Scale
Quality of Dying and Death questionnaire
Quality of life at the end of life

Spiritual Needs Inventory

Guo H et al. (2001)
Ewing G et al. (2004)
Kissane DW et al. (2004)
Kaasa T et al. (1997; 2001)
Schwartz CE et al. (2004)
Blazeby JM et al. (2003)

Blazeby JM et al. (2004)

Chang VT et al. (2000)
Lyons KD et al. (2008)

McMillan et al. (1998; 2008)
Dobratz MC et al. (2004)
Salmon P et al. (1996)
Sterkenburg CA et al. (1996)
Cohen SR et al. (1997; 2000)
Lua PL et al. (2005)

McCanse RP et al. (1995)

Sherman DW et al. (2007);
Lobchuk MM et al. (2003)

Chang VT et al. (2004)

Hickman SE et al. (2001)

Byock IR et al. (1998); Schwartz CE

et al. (2005)
Rainbird K]J et al. (2005)

Vernooij-Dassen M]J et al. (2005)

Chochinov HM et al. (2008)
Osse BH et al. (2004)

Osse BHI et al. (2007)

Hearn J et al. (1999)

Curtis JR et al. (2002)
Steinhauser KE et al. (2004)
Hermann CP et al. (2006)
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Abstract

Backgound

Maintaining dignity, the quality of being worthy of esteem or respect, is considered as a
goal of palliative care. The aim of this study was to analyse the construct of personal dignity
and to assess the content validity of the Patient Dignity Inventory (PDI) in people with an
advance directive in the Netherlands.

Methods

Data were collected within the framework of an advance directives cohort study. This
cohort study is aiming to get a better insight into how decisions are made at the end of
life with regard to advance directives in the Netherlands. One half of the cohort (n=2404)
received an open-ended question concerning factors relevant to dignity. Content labels were
assigned to issues mentioned in the responses to the open-ended question. The other half
of the cohort (n=2537) received a written questionnaire including the PDI. The relevance
and comprehensiveness of the PDI items were assessed with the COSMIN checklist
(‘COnsensusbased Standards for the selection of health status Measurement INstruments’).

Results

The majority of the PDI items were found to be relevant for the construct to be measured,
the study population, and the purpose of the study but the items were not completely
comprehensive. The responses to the open-ended question indicated that communication
and care-related aspects were also important for dignity.

Conclusions

This study demonstrated that the PDI items were relevant for people with an advance
directive in the Netherlands. The comprehensiveness of the items can be improved by
including items concerning communication and care.

Introduction

Dignity is a topic which often arises in discussions about care for dying patients. Since the
concept of dignity is not clearly defined in palliative care, the term dignity is used in many
different ways, and easily invokes confusion. Although, several authors have argued that
dignity should be considered as a central principle in palliative care,'? and that conserving
dignity can be considered as a goal of the care that is provided.*’

Dignity can be defined as the quality of being worthy of esteem or respect. A distinction
can be made between two types of dignity: basic dignity and personal dignity. Basic dignity
is the inherent dignity of every human being, which nothing can take away, and personal
dignity refers to a personal sense of worth, associated with personal goals and social
circumstances. It is related to a persons’ self-esteem and perceptions of being respected by
others, and consequently it can be taken away or enhanced.® The current study focused on
personal dignity at the end of life.

Preserving dignity is frequently mentioned by patients when considering the end of life.
Consequently, concern about loss of dignity is one of the most common reasons why people
formulate an advance directive in the Netherlands. In addition, loss of dignity is one of the
most frequently mentioned reasons for requesting euthanasia or physician-assisted suicide.'"
2 The law in Oregon concerning physician-assisted suicide is even called ‘the Oregon Death
with Dignity Act’.!"Hence, considering end-of-life care from patient perspective the concept
of dignity can contribute to palliative care research.

An adequate measurement instrument to identify aspects that cause distress at the end of
life will provide insight into the issues that are relevant and important for a person’s sense of
dignity. Understanding the causes of dignity-related distress could help to improve palliative
care and research in palliative care.

Based on a qualitative study focusing on how dying cancer patients in Canada understand
and define dignity, Chochinov et al. developed an empirical model of dignity to understand
how patients face an advancing terminal illness.”® Items were developed from the themes
and sub-themes in the model, and terminally ill cancer patients were asked how much they
thought that these items could influence their sense of dignity. In this way the dignity model
was validated, and a first draft of the Patient Dignity Inventory (PDI) was developed.'
This 22-item PDI prototype was later revised and became the 25-item PD], a measurement
instrument which can be used by clinicians to detect end-of-life dignity-related distress."”

In Canada the PDI has been found to be a valid and adequate instrument for use in
patients with terminal cancer, but it is unclear if and to what extent the PDI items are
relevant for other groups of patients or for patients in other countries. Some people, when
they get older, or they or their loved ones have been confronted with disease, become
concerned about their dignity, think about their wishes with regard to end-of-life care, and
formulate an advance directive.

Advance directives are documents in which one can state one’s preferences concerning
end-of-life care, aimed at making someone’s wishes known in situations where he/she is not
able to do so in another manner. In the Netherlands, the most common standard advance
directives, the advance euthanasia directive, the refusal of treatment statement and the
durable power of attorney (appointment of a health care representative) are provided by
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the Right to Die-NL, and the wish to live statement (stating the wish to receive adequate
care directed at quality of life, and explicitly refusing euthanasia), is provided by the Dutch
Patient Association.

Given that people with an advance directive have thought about and realise the importance
of end-of-life issues, it is of great interest to study their ideas about dignity, because these can
be very useful for health care providers in organising advance care-planning. Therefore, we
performed a content analysis of the construct of dignity for a broader population than cancer
patients, to investigate which items influence personal dignity for people with an advance
directive in the Netherlands. Furthermore, we investigated the content validity of the PDI
by assessing the relevance and the comprehensiveness of the PDI items with the COSMIN
checklist (COnsensus-based Standards for the selection of health status Measurement
INstruments).'®!7

Methods

Design and study population

The data for this study were collected within the framework of the Advance Directives
Cohort Study.'® The study was approved by the Medical Ethics Review Committee of the
VU University Medical Center. The Advance Directives Cohort Study is a major ongoing
longitudinal study aiming to get insight into how advance directives are involved in end-
of-life decisions in the Netherlands. This cohort study started in 2005, and follow-up
measurements are performed once every one and a half years. The design of the Advance
Directives Cohort is described in detail by Van Wijmen et al.’® The data used in the present
study were collected during the second cycle of data collection. A written questionnaire
with structured questions was sent to the cohort of participants with one or more of the
most common standard advance directives in the Netherlands provided by the Right to
Die-NL and the Dutch Patient Association. During the first data-collection cycle the cohort
consisted of 4,496 people who had one or more advance directives formulated by the Right
to Die-NL, and 1,261 people who had a wish to live statement. The response rate in the
second data-collection cycle was 85% respectively 90% for the Right to Die-NL members
and the members of the Dutch Patients Association (see Figure 1).

Figure 1 Flow Chart of Recruitment and Response Rates
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Right to Die-NL statement
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The present study is based on data which were collected in the Spring of 2007. We
randomly split the cohort into two by alternately placing cases in one of two subsamples; one
half received a questionnaire which included an open-ended question concerning important
factors for personal dignity, and the other half received the PDI. Accordingly, there were
four groups: 1) people with one or more advance directives from the Right to Die-NL who
received the open-ended question, 2) people with one or more advance directives from the
Right to Die-NL who received the PDI, and 3) people with a wish to live statement who
received the open-ended question, and 4) people with a wish to live statement who received
the PDI. A total of 3,812 people with one or more advance directives (95% had an advance
euthanasia directive, 65% had the refusal of treatment statement, and 63% had the durable
power of attorney) and 1,129 members of the Dutch Patient Association completed the
questionnaire in the second data-collection cycle.

Measurement instrument
All respondents were asked some questions about demographic characteristics and how they
rated their health status (very good; good; less than good).

As described above, one randomly selected half of the cohort received an open-ended
question, which was introduced with the following text: “The term dignity is often used when
talking about the last phase of life. However, little is known about what exactly influences a
person’s sense of dignity’. These respondents were asked two questions: ‘Please describe how
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you would define dignity”, and ‘what issues do you think that would influence your sense of
dignity during the last phase of their life?’.

The other randomly selected half of the cohort received the PDI, in which they were
asked to rate the extent to which they though the items could influence their sense of dignity
during the last phase of life, on a 5-point scale (1=not at all; 2=slightly; 3=moderately; 4=a
lot; 5=very much). The PDI was introduced with a text similar to that introducing the open-
ended question. In order to assess the comprehensiveness of the PDI items, the respondents
were also asked whether they thought that there were any items missing in the PDI which
could influence their sense of dignity during the last phase of life.

This study is based on the PDI prototype, a measurement instrument that can be
used to assess various sources of dignity-related distress among cancer patients nearing the
end of life.'* This first version of the PDI consists of 22 items, divided into four domains
(i.e. psychological, physical, social and existential) that influence the sense of dignity of
terminally ill cancer patients. The items were translated into Dutch by means of forward and
backward translation. The PDI items were independently translated from English to Dutch
by two researchers. Two other researchers with no knowledge of the PDI of whom one
native speaker did the backward translation. The two backward translations were compared
and only small differences were found and resolved by consensus. Subsequently, the Dutch
version was tested in a pilot study consisting of people with an advance directive. The pilot
showed that the item “Thinking how life might end” was not considered as influential to
sense of dignity at the end of life. This might have been expected since the majority of the
study population was in good health. Therefore, we decided to exclude this item of the
original PDI prototype.

Analyses

We analysed the responses to the open-ended question to address the first aim of this study,
i.e. the content analyses of the construct of dignity. We first organised the data obtained from
the responses to the open-ended question. Sub-themes referring to any aspect of dignity were
assigned to all of these responses and content labels were assigned to the sub-themes. We
started off by structuring our labels according to the four domains (physical, psychological,
social, existential) and the PDI-items distinguished by Chochinov et al. These domains were
used as layers for the four columns within a scheme in which the content labels were placed.
Two researchers (familiar with the PDI) independently read and applied content labels to
400 responses open-end responses. These labels were compared, and any disagreements
between the researchers were discussed and resolved. This process continued until there was
complete consensus regarding the labelling, and no additional content labels were assigned
or added to the scheme.

The COSMIN checklist was used to address the second aim of this study, which
was to analyse the content validity of the PDI. According to the COSMIN taxonomy of
measurement properties, which is based on an international Delphi study, content validity
is defined as: the degree to which the content of a measurement instrument is an adequate
reflection of the construct to be measured.!” As described above, in this study the construct
of dignity was defined by the issues that were mentioned as important for dignity in the
responses to the open-ended question. According to the COSMIN checklist, 5 questions
should be answered to assess content validity (Table 1).

Table 1 Content Validity Box from the COSMIN Checklist

Box D. Content validity (including face validity)

General requirements yes  no
1 Was assessed if all items refer to relevant aspects of the construct to be measured? o o
2 Was assessed if all items are relevant for the study population? Considering e.g. age, gender, disease o o

characteristics, country, setting

3 Was assessed if all items are relevant for the purpose of the application of the measurement instrument? i.e. (1) [a} [a}
discriminative (distinguish between groups at one point in time), (2) evaluative (assess change over time), and/or
(3) predictive (predict future values)

4 Was assessed if all items together comprehensively reflect the construct to be measured in terms of (1) content o o
coverage and description of domains, and (2) the theoretical foundation?

5 Were there any important flaws in the design or methods of the study? o o

First, we assessed whether all items of the PDI were represented in the responses to the
open-ended question (COSMIN requirement 1).

Secondly, we assessed whether the focus and detail of the content of the PDI match the
target population. In other words, we assessed whether each PDI item was relevant for the
study population by calculating the percentage per item of people who scored 4 or 5 on
the 5 point scale. These percentages indicate how many people considered that the items
would influence dignity at the end of their life (COSMIN requirement 2). In this way, the
study population judged the relevance of the items. In addition, we checked the number of
missing observations given that many missing observations on an item can be an indication
that the item is not relevant for the population.

The third COSMIN requirement determines whether all items are relevant for the
purpose of the application of the instrument. This items is not applicable since this study
aims to examine whether the PDI items are relevant for a population different from the
population in which the instrument was originally developed. In this study the instrument
has not been subjected to a discriminative, evaluative or predictive application.

In addition, we assessed whether the PDI items comprehensively reflect the construct of
dignity. Hence, we assessed the extent to which issues mentioned as important for a person’s
sense of dignity in the responses to the open-ended question were represented in the PDI
items (COSMIN requirement 4).

The last COSMIN item (COSMIN requirement 5) determines whether there are any
important flaws in the design or methods of the study. This item is only applicable when
evaluating a study, and not when performing a study to assess the content validity of health
measurement instruments.
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Results

Response rates

The response rate in the people who received the questionnaire including the PDI varied per
item, from 88% to 92% among people with an advance directive from the Right to die-NL
and from 80% to 84% in people with a wish to live statement. The majority of the people
who received the open-ended question could describe how they understand dignity and
could also describe some issues which they thought would influence their sense of dignity
during the last phase of their life. The response rate was 91% and 82%, respectively, in the
people with an advance directive from the Right to die-NL and the people with a wish to
live statement who received the open-ended question.

Characteristics of the respondents

Table 2 presents the characteristics of the respondents. More than half of all the respondents
were female, and the mean age in all groups was between 60 and 70 years of age. Almost all
people with a wish to live statement had religious beliefs, compared to 36% of the people
with an advance directive formulated by the Right to die-NL. The study population consisted
of people with different ratings for health status, a majority of whom assessed their health
status as good.

Table 2 Characteristics of the People with one or more Advance Directives from the Right to Die-NL and People with a Wish to Live Statement

Characteristics People with an advance directive from the People having a wish to live statement

Right to die-NL

PDI Open-ended question PDI Open-ended questic
n=1947 n=1865 n=590 n=539
Kind of advance directive
- Advance euthanasia directive 95 94
- Refusal of treatment document 65 64
- Durable power of attorney 63 63
Sex, female % 61 68 60 59
Age mean (SD) [range] 69 (12) 70 (12) 61 (17) [17-92] 62 (17)
[26-98] [25-100] [19-92]
Marital status %
Single/divorced/widowed 41 42 29 28
Married or with partner 59 58 71 72
Level of education' %
Low 5 6 13 16
Intermediate 55 56 66 60
High 40 38 21 24
Religious beliefs % 35 37 99 99
Self perceived health status
Very good 19 20 22 19
Good 59 58 59 61
Less than good 22 23 16 19

"Low: Lower vocational education; lower secondary general education; primary school. Intermediate: Intermediate vocational or higher secondary general
education. High: Higher vocational education; university.

Construct of dignity

All issues mentioned in the responses to the open-ended question were used to define
the construct of dignity in this study. The Additional file 1, Table S1 contains a list of
issues which were considered to influence dignity by people with an advance directive, and
which consequently define the content of the construct of dignity. Issues most frequently
mentioned were: independence, incontinence, pain, mental clarity, dementia, the ability
to communicate and adequate care. During the coding process it became apparent that
care-related aspects were not covered by any of the domains, but were thought to influence
dignity, so we added care as a sub-theme.

Relevance of the PDI items
Analysing the content validity of the PDI, we assessed the relevance of the PDI items for (1)
the construct to be measured, (2) the study population, and (3) the purpose of the study.

Firstly, the majority of the PDI items were relevant for the construct to be measured,
because they were represented in the responses to the open-ended question. However, some
PDI items, i.e. ‘changes in physical appearance’, ‘not being able to carry out important roles’,
‘not feeling you made a meaning or lasting contributior’, ‘not being able to mentally fight’,
‘not being able to accept things the way they are’ and ‘uncertainty regarding illness” were
not or only (very) seldom reflected in the responses to the open-ended question (COSMIN
requirement 1). In accordance, these PDI items were the least frequently indicated as
influential for dignity by the respondents who completed the PDI (see Table 3).

Secondly, Table 3 shows the mean and SD together with the percentages of (strong)
agreement, indicating that each PDI item is considered to influence dignity at the end of
life (COSMIN requirement 2). However, one of the items, ‘changes in physical appearance’
was only considered to influence sense of dignity by a small number of respondents in both
groups, so it might be considered to be less relevant for the present study population.
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Table 3 PDI Items considered to influence sense of Dignity at the End of Life by People with one or more Advance Directives from the

Right to Die-NL and People with a Wish to Live Statement

Range of People with an advance directive from People with a wish to live
distribution the Right to die-NL statement
n=1947 n=590*
Mean (SD) %™ %*
Physical aspects
Not being able to independently manage 3.7(1.3) 73 41
bodily functions
Not being able to carry out tasks of daily 3.4 (1.3) 58 28
living
Not being able to continue with usual 3.1(1.2) 45 27
routines
Experiencing distressing symptoms 3.1(1.1) 37 31
Not being able to carry out important 2.7(1.2) 29 19
roles
Changes in physical appearance 22 (L1 12 18
Psychological aspects
Not being able to think clearly 3.8(1.2) 73 53
Not being able to mentally fight 3.6(1.2) 61 38
Feeling depressed or anxious 33(1.2) 51 42
Not being able to accept things the way 32(1.3) 45 36
they are
Social aspects
Feeling a burden to others 3.8(1.3) 74 50
Not being treated with respect or 34(1.3) 52 57
understanding
Feeling your privacy has been reduced 32(1.2) 49 38
Not feeling supported by your 3.2(L.3) 43 48
community
Existential aspects
Feeling you do not have control over 3.6(1.3) 67 38
your life
No longer feeling like who you were 3.5(1.3) 59 45
Feeling life no longer has meaning or 33(1.4) 58 33
purpose
Not feeling worthwhile or valued 32(1.3) 43 44
Not having a meaningful spiritual life 29(1.4) 33 41
Uncertainty regarding illness 29(1.2) 31 33
Not feeling you made a meaning or 2.6(1.2) 23 21

lasting contribution

Comprehensiveness of the PDI items

Finally, a comparison of the results from the PDI and the responses to the open-ended
question (COSMIN requirement 4) showed that most issues described in the responses were
covered by the PDI items.

Issues not represented in the PDI were aspects related to care and the ability to
communicate. Table 4 shows that communication as a way of indicating what a person
wants, and communication as a social activity, are both thought to be issues that are relevant
for dignity at the end of life. In addition, Table 5 shows a variety of care-related issues which
are considered to be important for dignity. The people who completed the PDI indicated
that communication and care-related aspects were issues which were missing in the PDI, as
well as the following issues: independence, pain, incontinence, dementia, being treated with
respect, and the ability to wash, eat and drink independently, and to go to the toilet without
help.

Table 4 Content Labels applied to Responses to the Open-ended Question concerning Social Aspects

SOCIAL

Being able to communicate (in general)
Communication as a means of indicating what a person wants

Communication as a social activity

" Percentage that agree or strongly agree (scored a 4 or 5 on a 5-point scale) that the aspect influence the sense of dignity during the last phase of life

o0 21 items are included because the items “Thinking how life might end” of the original PDI prototype was excluded from the current study as a result of a pilot

study

Table 5 Content Labels applied to Responses to the Open-ended Question concerning Care-related Issues

CARE

Environmental aspects of care

Being cared for in a quiet/safe place

Being cared for at home/not in an institution

Not being cared for by strangers/many different people
Being cared for in a hospice

Desired treatment goals

No unnecessary prolongation of life/being allowed to ‘let go’
(No) hastened death/euthanasia

Adequate pain (and symptom) management/relief of suffering
Relief suffering

Palliative care

Care characteristics

Adequate care/tailored care

Warm loving care

Spiritual support
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The responses to the open-ended question described the issues in more detail, or in a
different way, compared to the PDI items. For example, the PDI item ‘not being able to
independently manage bodily functions’ is represented in the following issues mentioned
in the responses to the open-end question, but more specifically described as: incontinence,
and being able to wash, eat and drink independently (see Table 6).

Table 6 Content Labels applied to Responses to the Open-ended Question concerning Physical Issues

PHYSICAL

Independence

Not being able to independently manage bodily functions (PDI item)
Not being able to carry out tasks of daily living (PDI item)
Incontinence

Not being able to wash and bath independently

Not being able to eat/drink independently

Immobile/bedridden

Discussion

With the COSMIN checklist we assessed the content validity of the PDI in people with an
advance directive in the Netherlands. All of the PDI items, apart from the item “Thinking
how life might end”, were thought to be relevant to sense of dignity at the end of life by
people with an advance directive formulated by the Right to die-NL, and by people with a
wish to live statement. However, the PDI items did not comprehensively reflect the construct
of dignity, because the PDI lacks items about communication and care characteristics. In
the responses to the open-ended question these were mentioned as important issues that
influence dignity and these were also indicated as missing items in the PDIL

PDI items versus responses to open-ended question

The issues that were most frequently indicated as important for sense of dignity, such as
the ability to manage bodily functions, the ability to think clearly and feeling a burden
to others, in the responses to the open-ended question also received the highest scores in
the PDI, and vice versa PDI items that were the least frequently mentioned as influential
for dignity, such as changes in physical appearance were also the issues that were the least
frequently mentioned in the responses to the open-ended question, although the latter gave
more detailed information.

The respondents who completed the PDI indicated that they missed items in the PDI,
for instance about the ability to wash, eat and drink independently, and to go to the toilet
without help. Nevertheless, these issues are basically represented by the PDI item ‘not being
able to independently manage bodily functions’. This indicates that the PDI items are quite
abstract, and are not clear for all respondents. People possibly prefer more specific phrasing

such as, ‘not being able to independently get to the toilet.

The responses to the open-ended question show that being able to communicate and
care-related aspects are relevant for a person’s sense of dignity, whereas these issues are
not included in the PDI. However, communication and various care-related issues were
mentioned as missing items in the PDI, demonstrating once more that these are important
issues. In Chochinov’s model of dignity, care tenor is recognised as a sub-theme of the social
dignity inventory. It relates to the attitudes other people demonstrate when interacting with
a patient.” Care tenor is represented by the PDI item concerning being treated with respect.
However, this item is very general, and does not specify how the attitudes of health care
providers influence a person’s dignity. The revised 25-item PDI includes an additional item:
‘not feeling supported by my health care providers’. In addition, in a study investigating the
dignity-conserving model, it was found that staff had a considerable impact on the sense
of dignity of people living in nursing homes.? Nevertheless, the present study indicates
that care-related aspects, e.g. the location of care also influence dignity. Even though the
care related aspects are not covered by the social domain, and required the addition of a
separate care domain, and the results of this study demonstrated the importance of care and
communication for dignity, it is still debatable whether a separate domain for care is the best
option.

Use of PDI in people with an advance directive

The respondents were asked what issues they thought would influence their sense of dignity
during the last phase of their life. However, these people were not in the last phase of their
life, and we did not know whether they were able to conceive of a situation in which they
were terminally ill when responding to this question. Nevertheless, the aim of this study
was to determine whether the PDI can be used in people with an advance directive, because
thinking in advance about dignity at the end of their life could be helpful in the organisation
of advance care-planning for people who are not (terminally) ill. This study population,
which consisted of people with an advance directive or a will to live statement, have probably
already thought about end-of-life issues. Respondents might have thought more profoundly
about end-of-life issues since they have formulated their wishes concerning end-of-life care
in an advance directive which enhances the quality of the data. However, the results of this
study might not be generalized to other populations since the study population consisted
of two extreme groups regarding views on end-of-life care; members of the NVVE having
an advance euthanasia directive, refusal of treatment statement and/or durable power of
attorney, and members of the NPV, people with strong religious beliefs who declared that
he/she wish for proper care, meaning no excessive, medically useless treatments at the end
of life but also no actions with the purpose of actively terminating his life. Though, these
two groups are very explicit and definite with regard to their views on end-of-life care issues,
it is likely that the thoughts and views of the majority of the Dutch general population are
covered by the results of this study.

It was noticeable that the results of this study are largely in accordance with the issues
which were considered as influential to dignity in studies focusing terminally ill cancer
patients by Chochinov et al. Hence, it is very likely that the findings can be generalised to
populations in other countries because the explicit and definite views on end-of-life care
issues also exists in other countries. For instance, ‘not being able to think clearly’ was found
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as highest ranked item in the psychological domain and ‘feeling you do not have control over
your life’ was found as highest ranked item in the existential domain in both Chochinovs
and our study."* However, the terminally ill cancer patients indicated more often that they
(strongly) agreed that the PDI items influenced dignity. This applies, for example, to the
item ‘changes in physical appearance’ that 66% of the terminally ill patients considered to
be influential for dignity, compared to 12-18% in the present study. Therefore, it seems that
some issues only become important for dignity when people are terminally ill.

Strengths and limitations

An important strength is that this is a large-scale study. Therefore, it was possible to sub-
divide the cohort into two groups, i.e. the PDI group and the group who received the open-
ended question, which was important for adequate assessment of the content validity of the
PDI in this study population. We assessed the content validity in a structured way, using the
COSMIN checklist as a guideline for designing and reporting on the content validity of the
PDI in people with an advance directive in the Netherlands.

A limitation of this study could be that the researchers who labelled the responses to
the open-ended question were already familiar with the PDI. Moreover, the present study
focused on the 22-item PDI prototype, and not on the final revised 25-item PDI, which was
published during the period of data-collection for this study.

Conclusion

In view of the ageing population, and the fact that people live for a longer period of their
life in a poor health, understanding concerns about dignity becomes increasingly important.
The present large-scale study demonstrates the relevance of the PDI items for people with
an advance directive in the Netherlands. We found that, in addition to being valid for use
in terminally ill cancer patients, the PDI can also be used in a general population to obtain
insight into people’s thoughts about what would constitute dignity in the last phase of
their life. However, the comprehensiveness of the PDI items can be improved by including
items concerning communication and care-related aspects. Additionally, the PDI could be
improved by more specific phrasing of the items. Finally, the addition of an open-ended
question to the PDI could be helpful, acknowledging the fact that what constitutes dignity
is personal, and can be different for every person.
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Does health status affect perceptions of factors
influencing dignity at the end of life?
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Abstract

Context
More people survive to old ages, and chronic diseases tend to become more common with
age. Il health and disability can lead to concerns about loss of personal dignity.

Objectives

To investigate whether health status affects the perceptions of factors influencing personal
dignity at the end of life, and the relationship between those perceptions and socio-
demographic characteristics.

Methods

A subsample (n=2282) of a large advance directives cohort study was used. Three different
health status groups (good, moderate and poor) were defined based on the EQ-5D and a
question on whether they had an illness. For each health status group we calculated the
percentage of respondents who indicated the extent to which the items of the Patient Dignity
Inventory would influence their dignity as (very) large. Logistic regression analyses were
used to investigate the associations between the perceptions of factors influencing personal
dignity and socio-demographics.

Results

The percentage of respondents who indicated the factors as having a (very) large influence
on dignity at the end of life were not significantly different for the three health status
groups, except for three physical items on symptoms, roles and routines. Those items were
significantly more influential on dignity for people with a poor health status. Gender, old
age, having a partner and having a belief or religion that is important to one’s life were
associated with an understanding of factors influential to dignity.

Conclusion

Health status seems only to affect the perceptions on physical factors maintaining dignity at
the end of life. This might suggest that the understanding of dignity will not substantially
change as health status changes and may support starting advance care planning early.

Introduction

The European population is ageing with increasingly more people who suffer and die from
serious chronic diseases such as cancer, cerebrovascular disease, heart disease and dementia.!
As the average life expectancy has increased in the past decades ? and chronic diseases tend
to become more common with age, people not only live longer, they also live a relatively
longer period of life with chronic diseases. An Irish study found that 23% of people over
65 had a disability, and that this percentage rises to 65% for those over 80.% These findings
are in accordance with the ‘expansion of morbidity hypothesis’, which states that mortality
reductions will produce more years with morbidity and related disability.*¢

Il health and disability can lead to concerns about loss of personal dignity. Loss or decline
in dignity due to chronic disease frequently referred to in end of life care. Accordingly, several
studies have shown that loss of dignity is closely related to patient’s wishes for death.”® In
addition, it has been found that a concern about loss of dignity was one of the most common
reasons to formulate an advance directive in the Netherlands.

A variety of studies identified factors and themes that may have an impact on patients
sense of dignity.'*"” Chochinov and colleagues demonstrated that the care for terminally
ill patients should focus on a broad range of physical, psychological, social, and spiritual/
existential issues in order to promote a patient’s sense of dignity.'® Furthermore, several studies
concluded that dignity should be the focus of care at the end oflife.’>*! Therefore, considering
whether people think their dignity will be undermined if they would be maintained in a
certain condition or if their treatment is continued under certain circumstances is important
for adequate care planning in life limiting illness. A lack of understanding of a person’s
wishes about future care might result in a loss of dignity, and additional distress for relatives
and health care professionals. As conserving dignity can be considered a goal of palliative
care, it might be helpful to get a better understanding of what dignity means to people and
whether peoples’ perceptions of the importance of dignity at the end of life is affected by
health status. A concern that is mentioned by several authors is that patients might change
their minds about future treatment preferences when confronted with the actual situation or
as their health status changed.?>?* Therefore, this study aimed to investigate whether health
status affects the perceptions of factors influencing personal dignity at the end of life. In
addition, we explored the association between the perception of factors influencing personal
dignity at the end of life and several socio-demographic characteristics.
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Methods

Design and study population

The data for this study were collected within the framework of a Dutch Advance Directives
Cohort Study, a major ongoing longitudinal study that aims to describe how advance
directives are involved in end-of-life decisions in the Netherlands. The design of the Advance
Directives Cohort Study is described in detail by Van Wijmen and colleagues.”” The study
was approved by the Medical Ethics Review Committee of the VU University Medical
Center prior to the start of the cohort study in 2005. The cohort consisted of people with
one or more of the most common standard advance directives in the Netherlands: 4,496
people who had one or more advance directives (the advance euthanasia directive, refusal
of treatment document, and/or appointment of a health care representative) formulated by
the NVVE (Right to Die-NL), and 1,261 people who had a wish to live statement (stating
the wish to receive adequate care directed at quality of life, and explicitly against euthanasia)
provided by the Dutch Patient Association. A written structured questionnaire is sent to
the cohort every one and a half years. This study is based on the second data-collection
cycle for which data were collected in the Spring of 2007. The response rate in the second
data-collection cycle was 88% and 90% for the NVVE members and the members of the
Dutch Patients Association, respectively (see Figure 1). In order to analyse the construct of
dignity and to assess the content validity of the Patient Dignity Inventory (PDI) prototype
we randomly split the cohort into two subsamples of which one received a questionnaire
including an open ended question concerning factors relevant to dignity and the other half
received a questionnaire including the PDI.? The present study focuses on a subsample of
the cohort in which dignity was assessed through the PDI, and who completed more than
15 of all 22 items (n=2282).

Figure 1 Flow chart of recruitment and response rates

n=4496"

t1=2005 ) , n=1261
people with one or more AD’s ) ) .
T [N IS ST~ people with a wish to live
Die-NL statement
v \J
©2=2007 n=3812 (85%)

people with one ore more AD’s
formulated by the Right to Die-

n=1129 (90%)
people with a wish to live
statement

NL
v v
n=1947° n=590°

completed PDI

completed PDI

n=2537

people with an AD who
completed the PDI

excluded because <15 PDI-
items were completed

Total study sample n=2282

* This number refers to people who had drawn up an AD by the Right to Die-NL, people who requested and not (yet) formulated an AD were not
included in this number (n=1065).

® A randomly selected half of the cohort received a questionnaire that included the PDI; the other half of the cohort received a questionnaire that included
an open-ended question on dignity. Therefore 1865 and 539 people respectively members of the Right to Die-NL and people with a wish to live statement
were excluded from this study.
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Measurement instrument

The questionnaire consisted of questions on background characteristics, self-perceived health
status, and included a question that asked the respondents whether they had an illness such
as rheumatism, asthma, heart disease, multiple sclerosis. The Euroqol-5D (EQ-5D)¥ was
included to measure whether there were no, some or severe limitations on the following five
dimensions: mobility, self-care, activities of daily living (ADL), pain/discomfort, and anxiety/
depression. In addition, the questionnaire contained the PDI prototype including 22 items on
symptoms and experiences.'®? The PDI prototype preceded the 25-item PDI.?® Respondents
were asked to rate the extent to which they thought that these items would influence their sense
of dignity during the last phase of life on a 5-point scale (1=not at all; 2=slightly; 3=somewhat;
4=to a large extent; 5=to a very large extent).

Analyses

We defined the health status groups by use of the EQ5D-items combined with the question
on whether the respondents had an illness. The reason for defining the health status groups
in this way is that illness-related concerns such as dependence and symptom distress may
influence personal dignity at the end of life # rather than the illness itself or the type of illness.
First, the good health status group consisted of patients who had no illness or impairment
regarding mobility, self-care, ADL, pain/discomfort, and anxiety/depression. Second, the
moderate health status group consisted of patients who indicated that they had an illness
and/or were somewhat impaired in at least one of the EQ-5D items. The last group, the poor
health status group, consisted of patients who indicated that they were severely impaired in at
least one of the EQ-5D items. Descriptive statistics were used to describe the characteristics of
the respondents. We dichotomized the five response categories of the PDI items by combining
response options 1 to 3 (1=not at all; 2=slightly; 3=somewhat) and response options 4 and 5
(4=to a large extent; 5=to a very large extent). Percentages of people who indicated that the
items could influence the sense of dignity to a large or very large extent (rated a 4 or 5 on
the 5-point scale) were presented for three different health status groups. Logistic regression
analyses were performed to determine if there was a relationship between considering the PDI
items as influential to dignity in the last phase of life and health status. We controlled for
the factors that were significantly different over the health status groups. In order to explore
if there were any other factors associated with the perceived importance of the PDI items
a backward multiple logistic regression (removal at p<0.05) was performed and odds ratios
were calculated. The following factors were entered in the analysis: sex, age, having a partner,
living at home, religion, and self-reported health status. The independent variables have been
dichotomized for this analysis. Then separate logistic regression models were fitted for each
item of the PDI. All analyses were performed using SPSS 14.0.

The present study focused only on the people who completed at least 15 of the 22 PDI-
items which was 90% of the subsample of the cohort who received the questionnaire including
the PDI. Though the excluded people were most comparable with the ‘moderate health status
group’ regarding socio-demographic characteristics 13 percent would have been included in
the poor health status group. The main difference was that 54 percent of the people excluded
from this study indicated that they had a belief or religion that they considered important in
their life compared to 37, 35 and 43 percent in the good, moderate and poor health status
groups respectively.

Results

Table 1 presents the characteristics of the respondents. The majority of the respondents had
a moderate or good health status. People with a poor health status were more likely to be
female (71%) and older (mean age 71) compared to people with a good health status (59%
female, mean age 61). In addition, people with a poor health status less frequently had a
partner, and their place of residence was more frequently a nursing home or care home.
People with a moderate or poor health status suffered most often from rheumatoid arthritis,
heart disease and depression, followed by asthma/COPD and cancer. Respectively 26 and
77 percent of people with a moderate and poor health status assessed their personal health
as less than good.

Table 1 Characteristics of People with an Advance Directive per Health Status Group

Good health status  Moderate health status  Poor health status

Characteristics n=719 n=1433 n=130
Sex, female (%)* 59 61 71

Age, mean (SD) [range|* 61 (14) [17-91] 61 (12) [25-98] 71 (15) [36-93]
Having a partner (%)* 73 58 45

Residence (%)*

At home 98 92 76
Institution (e.g. nursing home, care home) - 2 12
Other (e.g. sheltered accommodation) 2 6 12
Having a belief/religion considered as important in one’s life 37 35 43

Diseases (%)*

Rheumatoid arthritis - 30 35
Hart disease - 21 25
Depression - 6 18
Asthma/COPD - 11 13
Cancer - 8 10
Diabetes - 11 15
Stroke - 4 11
Multiple Sclerosis - - 5
Dementia - - 2

Self-reported health status (%)*

Very good 40 12 3
Good 59 62 20
Less than good 1 26 77

* Significantly different over the health status groups (p<0.05)

Table 2 shows the percentages of people with a good, moderate and poor health status
who considered the items influencing personal dignity at the end of life to a (very) large
extent.

The percentages of people in each health status group who indicated the items as
influential to dignity were not significantly different, except for three items included the
physical domain: ‘Not being able to continue with usual routines’, ‘experiencing distressing

125



126

symptoms’, ‘not being able to carry out important roles’. These items were considered
significantly more often as important to dignity by people with a moderate and poor health
status compared to people with a good health status, after controlling for gender, age,
residence and having a partner.

Table 2 Aspects onsidered Relevant for the Sense of Dignity at the End of Life per Health Status Group

Good health status  Moderate health status  Poor health status

n=719 n=1433 n=130

% % %
Physical aspects
Not being able to independently manage bodily functions 63 67 60
Not being able to carry out tasks of daily living 49 52 51
Not being able to continue with usual routines* 36 44 47
Experiencing distressing symptoms* 32 38 45
Not being able to carry out important roles* 25 27 41
Changes in physical appearance 12 14 17
Psychological aspects
Not being able to think clearly 68 69 64
Not being able to mentally fight” 59 61 64
Feeling depressed or anxious 50 49 50
Not being able to accept things the way they are 40 44 50
Social aspects
Feeling a burden to others 65 70 67
Not being treated with respect or understanding 51 55 50
Feeling your privacy has been reduced 43 48 47
Not feeling supported by your community 44 44 43
Existential aspects
Feeling you do not have control over your life 59 61 62
No longer feeling like who you were 55 56 60
Feeling life no longer has meaning or purpose 51 53 55
Not feeling worthwhile or valued 41 44 44
Uncertainty regarding illness 30 32 36
Not having a meaningful spiritual life 33 36 33
Not feeling you made a meaning or lasting contribution 21 23 30

* Significant difference between the health status groups after controlling for sex, age, having a partner and living at home (p<0.05)
? 606 missing cases for this item since this item was not included in the questionnaire that was sent to the people who were member the Dutch Patient
Association.

Table 3 shows the determinants of considering the items as having a large influence on
personal dignity in the last phase of life. Female respondents were more likely than male
respondents to rate the items as important except for the physical items. Respondents under
the age of 80 had a higher chance of considering the items as influential to the sense of
dignity at the end of life. Not having a partner was associated with a higher score on all
physical PDI items. People who had a belief or religion that was important in their life were
generally less likely to think that the items influence the sense of dignity at the end of life.

important roles’.

Table 3 Importance of the PDI items for the Sense of Dignity at the End of Life* (Odds ratio’s)

Self-reported health status assessed as ‘less than good’ was significantly associated with two
8 g y
physical PDI items: ‘experiencing distressing symptoms” and ‘not being able to carry out

Female Age Not Living  Having a belief/religion Self-reported health
sex <80 having a at important in one’s life status
partner home (less than good)
Physical aspects
Not being able to independently manage - 1.5 1.3 - 33 -
bodily functions
Not being able to carry out tasks of 78 1.3 1.2 - 38 -
daily living
Not being able to continue with usual - - 1.5 - 52 -
routines
Experiencing distressing symptoms - 1.4 1.7 - - 1.5
Not being able to carry out important - - 1.3 - .67 1.5
roles
Changes in physical appearance 1.4 - 1.5 - 1.3 -
Psychological aspects
Not being able to think clearly 1.3 1.3 - - .50 -
Not being able to mentally fight® 1.5 1.4 1.2 1.4 .66 -
Feeling depressed or anxious 1.3 1.5 - - .86 -
Not being able to accept things the way 1.3 - - - 73 -
they are
Social aspects
Feeling a burden to others 1.7 - 1.2 - 44 -
Not being treated with respect or 1.9 1.5 - - 1.2 -
understanding
Feeling your privacy has been reduced 2.0 1.3 1.3 - 1 -
Not feeling supported by your 2.0 1.3 .82 - 1.2 -
community
Existential aspects
Feeling you do not have control over 1.2 1.4 - - 39 -
your life
No longer feeling like who you were 1.3 - - - 75 -
Feeling life no longer has meaning or 1.3 1.4 - .66 A48 -
purpose
Not feeling worthwhile or valued 1.7 1.3 - - - -
Uncertainty regarding illness 1.4 - 1.3 - 1.3 -
Not having a meaningful spiritual life - - 1.3 - 1.5 -
Not feeling you made a meaning or - - 1.2 - - -

lasting contribution

* Separate logistic regression models were fitted for each PDI item. Odds ratio’s are presented in the table when significantly different (P <.05) from the null

value.

- Entered in the regression but not significant and consequently eliminated by the stepwise procedure.

? 606 missing cases for this item since this item was not included in the questionnaire that was sent to the people who were member the Dutch Patient

Association.
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Discussion

Limited differences were found when comparing how people in good health and people
with a poor health status perceive factors important in maintaining dignity nearing the
end of life. Three physical items were significantly more often considered as influential to
dignity by people with a poor health status. Self-reported health was also not found to be
an important determinant except for perceptions on two physical items on symptoms and
roles. Gender, old age, having a partner and having a belief or religion that is important to
one’s life were shown to be the most important determinants regarding the perceptions of
factors influential to dignity.

Strengths and limitations

An important strength of this study is that this is a large-scale study. Therefore, it was
possible to sub-divide the cohort into three different health status groups. Another strength
is that this was the first study that investigated and compared the views on maintaining
dignity at the end of life of people with a good health status and people with a poor health
status. The study population comprised people with an advance directive, which may be
considered a strength because we believe that the quality of the data is enhanced by the fact
that the respondents are likely to have thought deeply about end-of-life issues and their life
values. On the other hand, it might be argued that this limits the generalisability of the
results to other populations. Furthermore, a limitation is that this study did not directly
examine whether the perceptions of maintaining dignity at the end of life remain stable over
time. The current study was cross-sectional and compared the factors between persons with
good, moderate and poor health status. Longitudinal research is needed to investigate the
individual stability of the perceptions of factors influencing personal dignity.

The influence of health status on perceptions of personal dignity at the end of life
Perceptions on the psychological, social and existential factors influencing dignity at the end
of life seem not to be affected by health status. However, health status seems to have an effect
on perceptions of physical factors that would influence dignity in the last phase of life. The
results of the current study imply that people with a poor health status are significantly more
likely to perceive distressing symptoms, the ability to continue with usual routines, and the
ability to carry out important roles as more important than those with a good health status.
This would suggest that healthy people tend to underestimate the physical aspects that were
found to be influential to dignity at the end of life. The results also suggest that people do
not change their mind about the importance of psychological, social and existential factors
when their health status changes. Therefore, several authors 16-18 may overestimate the
extent to which patients change their minds about life values and preferences for care when
confronted with a serious illness or over the course of an illness trajectory regarding the
psychological, social and existential factors influencing dignity at the end of life.

The influence of socio-demographic factors on perceptions of personal dignity at the
end of life

Socio-demographic characteristics seem to have more influence on how people understand
maintaining dignity than health status does. First, it seems that old age (80+) makes people
think that the PDI items have not much influence on maintaining dignity at the end of
life. This may be explained by the idea that older people found meaning to, and acceptance
of, their lives; making them less anxious to die than younger people and less worried about
maintaining dignity at the end of life.**®' Females are more likely to consider items as
important to maintaining dignity, especially the social and psychological items. This finding
is in line with a study on health related quality of life in cardiac patients in which it was
shown that social support is an important determinant of quality of life among women,* and
another qualitative study that found that women more specifically described psychological
and social issues as challenges in living with an ostomy than men who survived colorectal
cancer.”®> Not having a partner is an important determinant, which is not unexpected as a
partner is often close by to give support. Overall, people who consider religion important
in their life are less likely to believe that the PDI items have any influence on maintaining
dignity at the end of life. This finding could be attributed to the common religious belief
that no one but God has the authority to determine life and death, and accordingly, religious
people believe that they can not influence their situation and their dignity at the end of
life.

In conclusion, a poor health status is not associated with different perceptions of factors
influencing dignity at the end of life than a good health status, except for the perceptions
of some physical factors. Socio-demographics characteristics like gender, religion, age and
having a partner are more associated with people’s perceptions of factors that influence
personal dignity at the end of life than health status or self-reported health. Our findings
might suggest that the understanding of dignity will not substantially change as health status
changes. This would imply that the perceptions of factors influencing someone’s sense of
personal dignity can already be discussed in good health or in an early stage of a disease.
In light of advance care planning this might contribute to adequate patient centred and
dignity conserving care at the end of life. However, further longitudinal research is needed to
confirm that people’s views on dignity remain stable during the trajectory of illness.
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Abstract

Background

Although dignity is increasingly considered as a goal of palliative care, little research evaluated
the understanding of dignity at the end of life from a caregivers perspective. Objective: To
investigate and compare the views of trained volunteers and SCEN physicians on maintaining
dignity for patients reaching the end of life.

Design
Survey questionnaire study.

Subjects
Two groups of caregivers involved in care for dying patients: trained volunteers (n=236) and
end-of-life consultants (SCEN-physicians; n=427).

Measurements

Dutch version of the 22-item Patient Dignity Inventory on symptoms and experiences that
have been shown to influence the sense of dignity in terminally ill patients Respondents
were asked to rate (5-point scale) the extent to which they considered the items as influential
to dignity in terminally ill patients, and as problematic in practice to maintain dignity for
patients in the last phase of life.

Results

Opverall, volunteers indicated the items more frequently as influential to dignity, and as
problematic in practice to maintain dignity at the end of life compared to SCEN-physicians.
There are some differences in the relative importance of items according to volunteers and
SCEN-physicians. It seems that SCEN-physicians consider the physical aspects of suffering
as most influential and problematic in practice to preserving dignity while volunteers think
psychosocial aspects are most important to preserve dignity at the end of life.

Conclusions
This study suggests that the role and responsibilities of caregivers involved in the care for
terminally ill patients affect the factors that they think that influence dignity.

Introduction

The interest in dignity at the end of life has significantly increased in the past decade. This is
probably due to the fact that empirical research has shown that loss of dignity is an important
concern for patients at the end of life,'® and that several authors have argued that dignity
should be considered as a central principle in palliative care.*®

Dignity is important to 92% of the Dutch general public when asked what they consider
as important in their dying phase.” In addition, loss of dignity is one of the most common
reasons to formulate an advance directive,® and one of the most frequently mentioned reasons
for requesting euthanasia or physician-assisted suicide in the Netherlands.>®

Despite that dignity is a ‘hot topic’ in discussions about death and dying, and about
euthanasia and end of life care, there are only a few studies addressing factors which support
or undermine personal dignity at the end of life. Chochinov and colleagues performed a
qualitative study to understand how dying cancer patients understand and define dignity
which resulted in the development of an empirical model of dignity in terminally ill."® This
model served as a basis for the development of the PDI prototype, a list of 22 items on
symptoms and experiences that influence the sense of dignity.!! The PDI prototype was
later revised into the 25-item Patient Dignity Inventory (PDI), a measurement instrument
aiming to detect dignity related distress in patients at the end of life.'?

Since one of the main goals of end-of-life care is to maintain dignity, caregivers should
provide dignified care, and should attend to factors supporting personal dignity in patients
near the end of life. However, no studies have investigated how caregivers involved in the
provision of palliative care understand dignity in patients near the end of life. Terminally
ill patients are often not able to communicate about their preferences for end-of-life care
and what supports their personal sense of dignity. As a consequence, family or caregivers
might get involved in a complex decision-making process and might need to set priorities
for care. Therefore, it is valuable to get insight in how caregivers understand personal dignity
in terminally ill patients. In addition, it is of interest to consider which factors hinder the
maintenance of dignity in practice from the view of caregivers experienced in care giving at
end of life.

Volunteers can play a valuable role in caring for dying patients. Volunteers could give
family members respite breaks from care giving which may help say goodbye and support
the patient to die with dignity. In addition to volunteers ‘Support and Consultation on
Euthanasia (SCEN) physicians’ can play an important role in the care for terminally ill
patients. SCEN physicians provide an important role in case of a request for euthanasia or
physician-assisted suicide. SCEN physicians provide their colleagues with information and
advise about euthanasia and judge whether the request is in accordance with the euthanasia
law which also invokes considerations of dignity.

The aim of this study is to investigate and compare the views of trained volunteers and
SCEN physicians on maintaining dignity for patients reaching the end of life.
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Methods

Study design and study population

A written structured questionnaire was distributed amongst two groups of caregivers with
experience in caring for terminally ill patients. The first group consisted of trained volunteers
providing care to dying patients at home or in a hospice who were members of the National
Organisation of Volunteers in Palliative Terminal Care (VPTZ)."> Most of the volunteers
have personal and professional experience in care giving at the end of life and all of them are
being trained regularly by the VPTZ. Volunteers who attended a congress organised by the
VPTZ in fall of 2006 were asked to complete a written questionnaire including questions
on dignity.

The other group consisted of SCEN-physicians who participate in a formal network of
trained consultants. Next to their work as practicing physician they provide their colleagues
with information and expert advice concerning all aspects of euthanasia."® The Dutch
euthanasia law stipulates that consultation of another physician is required in the case of
a euthanasia request, consequently the SCEN-physician has to visit the patient and has to
judge whether the request for euthanasia is in accordance to the criteria for due care, which
means that they assess whether the patient’s suffering is unbearable and without prospect of
improvement.’> SCEN-physicians provide about seven consultations per year, and mostly

for patients receiving home care.'

SCEN-physicians receive a short questionnaire that serves
as monitoring device of their activities for the SCEN network of consultants every year. In

January 2007 all 497 SCEN-physicians were sent a questionnaire including questions on

dignity.

Measurement instrument

This study was based on the PDI-prototype described in the introduction including 22
items covering the following domains: physical, psychosocial, social and existential."> The
extent to which the respondents thought that the items have influence on maintaining
patients personal dignity in the last phase of life were rated on a 5-point scale (1=not at all;
2=slightly; 3=somewhat; 4=to a large extent; 5=to a very large extent). The PDI items were
introduced by the following text: “The term dignity is often used when talking about the
last phase of life. However, little is known about how dignity is understood. Because of your
experience in providing care to patients near the end of life, we are very interested in how
you understand dignity.” Then, the respondents were asked: Could you please rate (based
on your experience) the extent to which you think that the following items 1) influence the
sense of personal dignity in patients in the last phase of life?, and 2) make it problematic in
practice to maintain personal dignity in patients in the last phase of life? For the purpose of
this study the items were translated into Dutch by means of forward and back translation.
The respondents were also asked whether they thought that there were any factors missing
which could influence patients sense of dignity during the last phase of life.

Analysis

First, we examined whether each PDI-item was considered influential to personal dignity in
terminally ill patients, and second, whether the items were seen as factors that can make it
problematic maintaining dignity in practice by calculating the percentage of volunteers and
SCEN-physicians who scored 4 or 5 on the 5-point scale per item. In addition, the items
were ordered and ranked per domain to enable comparison of the findings between caregiver
groups. Differences in rating between volunteers and SCEN-physicians were described using
95% confidence interval. Furthermore, we constructed a top 10 list per caregiver group,
to show which items were the most frequently considered as influential to the sense of
personal dignity and which items were the most often considered as a factor that can make
it problematic to preserve dignity in practice.

Results

A total of 236 volunteers completed the questionnaire. This group of volunteers consisted
of 4% of all members of VPTZ and was a representative sample of all members with regard
to sex, however, the respondents were somewhat older (mean age: 59.5) compared to all
volunteer members of the VPTZ (mean age: 54,8). Of the SCEN-physician 427 (86%)

responded to the questionnaire.

Factors relevant to patients’ personal dignity

Table 1 shows the percentage of volunteers and SCEN-physicians who indicated that the
PDI-items influence the sense of dignity in patients at the end of life to a (very) large extent.
For all but one item, “not being able to think clearly”, SCEN-physicians gave lower scores
than volunteers. For some items there were only slight differences, but for twelve items
there were statistical significant differences. More than 50% of the volunteers and the
SCEN-physicians considered the following items as having influence on sense of dignity in
terminally ill patients: “not being able to independently manage bodily functions”, “not able
to think clearly”, “feeling a burden to others”, “feeling you do not have control over your
life” and “no longer feeling like who you were”. Eight other items were considered as having
influence on sense of dignity in terminally ill patients by more than 50% of the volunteers.
Two items were thought to have influence on sense of dignity by only 10% and 15% of the
SCEN-physicians; “thinking how life might end” and “uncertainty regarding illness”. The
item “not having a meaningful spiritual life” was endorsed the least by volunteers (29%) as
having influence on sense of dignity. The items within each domain have been ranked very
similar for both groups of respondents, and the items in the social domain have been ranked
in exactly the same order. The main difference was found in the ranking of the items in the
psychological domain: the item “not being able to accept things the way they are” has been
ranked at first by relevance to dignity according to volunteers and ranked at third according

to SCEN-physicians (59% and 31%).
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Table 1 Influence of Physical, Psychological, Social and Existential Aspects on Sense of Dignity in Terminally ill Patients according to

trained Volunteers and SCEN-physicians !

Trained volunteers

SCEN-physicians

Table 2 Extent to which the Physical, Psychological, Social and Existential Aspects are in Practice Problematic for Terminally ill Patients

maintaining their Sense of Dignity according to Trained Volunteers and SCEN-physicians '

n=236" n=427°

%  Rank' 95% CI %  Rank' 95% CI
Physical aspects
Not being able to independently manage bodily functions 69 1 63-75 67 1 62-72
Changes in physical appearance® 52 2 45-58 28 5 24-32
Experiencing distressing symptoms 51 3 44-58 49 2 44-54
Not being able to carry out important roles 45 4 38-51 36 3 31-41
Not being able to carry out tasks of daily living 42 5 36-49 34 4 29-38
Not being able to continue with usual routines* 41 6 34-47 16 6 12-19
Psychological aspects
Not being able to accept things the way they are* 59 1 52-65 31 3 26-35
Not being able to think clearly 54 2 47-60 55 1 50-60
Feeling depressed or anxious* 51 3 44-58 29 4 25-34
Not being able to mentally fight 47 4 40-53 38 2 33-43
Social aspects
Feeling a burden to others* 70 1 64-76 54 1 50-59
Feeling your privacy has been reduced* 58 2 51-64 44 2 39-49
Not being treated with respect or understanding* 58 3 52-65 33 3 29-38
Not feeling supported by your community* 43 4 37-50 24 4 20-29
Existential aspects
Feeling you do not have control over your life 66 1 59-72 62 1 57-67
No longer feeling like who you were 61 2 55-68 53 2 48-58
Not feeling worthwhile or valued* 60 3 53-66 45 3 41-50
Feeling life no longer has meaning or purpose 53 4 46-59 44 4 39-49
Not feeling you made a meaningful or lasting contribution* 46 5 39-52 24 6 20-29
Thinking how life might end* 39 6 33-46 15 7 12-19
Uncertainty regarding illness* 37 7 31-44 10 8 7-13
Not having a meaningful spiritual life 29 8 22-35 26 5 22-31

Trained volunteers

SCEN-physicians

* Significant difference between volunteers and SCEN-physicians

! Percentage that score 4 (to a large extent) or 5 (to a very large extent) on a scale of 1 to 5

2 Between 7 and 33 missing observations per aspect
* Between 18 and 34 missing observations per aspect
4 Ranking from first to last of the aspects per each of the 4 categories

Factors that can make it problematic in practice maintaining patients’ dignity

Table 2 shows the percentage and ranks of volunteers and SCEN-physicians who considered
that the presence of the PDI-items in patients reaching the end of life make it problematic in
practice maintaining dignity. Again, SCEN-physicians generally scored lower on the items
being problematic maintaining dignity in practice compared to volunteers. The percentages
significantly differ between the two respondent groups for 10 items, including three of
the four social items. The following items have been considered as items that can make
it problematic in practice maintaining dignity in terminally ill patients by 50% or more
of the SCEN-physicians and volunteers: “not being able to independently manage bodily
functions”, “not being able to think clearly”, “feeling you do not have control over your life”.
No striking differences have been found comparing the ranking of the items per domain for

the volunteers and SCEN-physicians.

n=236" n=427°

%  Rank' 95% CI %  Rank' 95% CI
Physical aspects
Not being able to independently manage bodily functions 58 1 51-65 56 2 51-61
Experiencing distressing symptoms 46 2 38-53 57 1 42-52
Not being able to carry out tasks of daily living 44 3 37-51 34 3 29-39
Not being able to continue with usual routines* 35 4 28-42 18 6 14-22
Not being able to carry out important roles 33 5 26-40 27 4 22-31
Changes in physical appearance 22 6 18-26 22 5 18-26
Psychological aspects
Not being able to think clearly 54 1 47-61 56 1 51-61
Not being able to accept things the way they are* 51 2 44-58 35 2 31-40
Feeling depressed or anxious* 46 3 39-53 33 4 28-38
Not being able to mentally fight 38 4 31-45 35 3 30-39
Social aspects
Feeling a burden to others 60 1 53-67 48 1 43-53
Feeling your privacy has been reduced* 56 2 48-63 39 2 34-44
Not being treated with respect or understanding® 54 3 47-61 31 3 27-36
Not feeling supported by your community* 43 4 36-50 20 4 16-24
Existential aspects
Not feeling worthwhile or valued* 54 1 46-61 35 4 30-40
Feeling you do not have control over your life 50 2 43-57 50 1 45-55
No longer feeling like who you were 49 3 42-56 41 3 36-46
Feeling life no longer has meaning or purpose 40 4 33-46 45 2 40-50
Thinking how life might end* 36 5 29-43 15 7 12-19
Uncertainty regarding illness* 34 6 28-41 13 8 9-16
Not feeling you made a meaningful or lasting contribution* 30 7 24-37 19 6 14-23
Not having a meaningful spiritual life 20 8 14-25 21 5 17-25
T Reapandents e ket oo th e apets the motprolematic n prcice
? Between 43 and 62 missing observations per aspect
* Between 37 and 51 missing observations per aspect
* Ranking from first to last of the aspects per each of the 4 categories
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Top 10 PDI-items most influential and problematic

Table 3 shows the 10 items most frequently scored as having influence on sense of dignity
and the 10 items most often scored as problematic to maintain dignity in practice according
to volunteers and SCEN-physicians.

Volunteers considered 8 items as influential as well as problematic in practice. However,
the item “feeling you do not have control over life” is more often considered as influential
than as problematic in practice (3rd ranked versus 8th rank), and “feeling your privacy
has been reduced” is considered more often as problematic in practice than influential on
dignity (3rd ranked versus 7th ranked). SCEN-physicians considered 9 similar items most
frequently as influential as well as problematic in practice. Once more, the ranking of these
items do differ, for example “experiencing distressing symptoms” has been considered more
often as an item that can make it problematic to maintain dignity in practice (1st ranked)
than it has been considered as influential to dignity (ranked as 6th).

Six items are included in all 4 columns of Table 3: “feeling a burden to others”, “not
being able to independently manage bodily functions”, “feeling you do not have control
over your life”, “not feeling worthwhile or valued”, “feeling your privacy has been reduced”
and “not being able to think clearly”. These items are considered as influential as well as
problematic in practice by volunteers and SCEN-physicians. In all 4 columns the four
domains, physical, psychological, social and existential domain, are represented, though
rankings and the number of items per domain differ over the 4 columns. For instance, there
are 3 social items included in both columns representing the items most often considered
as influential as well as problematic in practice by volunteers, while there are 2 social items
included in the columns for SCEN-physicians. In addition, the social items are generally
higher ranked by volunteers than by SCEN-physicians.

An interesting finding is that “not being treated with respect or understanding” is only
included in the volunteers item top-10, and the item “experiencing distressing symptoms” is
only included in the physicians top-10.

Table 3 The Top 10 of Items of Influence to and Problematic in Practice for Sense of Dignity of Terminally ill Patients according to
Volunteers and SCEN-physicians

Volunteers SCEN-physicians
Rank* Of influence Problematic in practice Of influence Problematic in practice

1.1.4.5. Feeling a burden to others Feeling a burden to others Not being able to Experiencing distressing

[So] [So] independently manage symptoms [Ph]
bodily functions [Ph]

2.2.1.2. Not being able to Not being able to Feeling you do not have Not being able to
independently manage independently manage control over your life [Ex] independently manage bodily
bodily functions [Ph] bodily functions [Ph] functions [Ph]

3.8.24. Feeling you do not have Feeling your privacy has Not being able to think Not being able to think clearly
control over your life [Ex] been reduced [So] clearly [Ps] [Ps]

4.6.7.10.  Not feeling worthwhile or Not being treated with Feeling a burden on others Feeling you do not have
valued [Ex] respect or understanding [So] control over your life [Ex]

[So]

5.7.-9. Not being able to accept Not being able to think No longer feeling like who Feeling a burden to others [So]
things the way they are [Ps] clearly [Ps] you were [Ex]

6.4.-.-. Not being treated with Not feeling worthwhile or Experiencing distressing Feeling life no longer has
respect or understanding valued [Ex] symptoms[Ph] meaning or purpose [Ex]
[So]

7.3.8.8. Feeling your privacy has Not being able to accept Not feeling worthwhile or No longer feeling like who you
been reduced [So] things the way they are [Ps]  valued [Ex] were [Ex]

8.5.3.3. Not being able to think Feeling you do not have Feeling your privacy has Feeling your privacy has been
clearly [Ps] control over your life [Ex] been reduced [So] reduced [So]

9.-.9.6. Feeling life no longer has No longer feeling like who Feeling life no longer has Not being able to accept things
meaning or purpose [Ex] you were [Ex] meaning or purpose [Ex] the way they are [Ps]

10.-.-.-. Changes in physical Feeling depressed or Not being able to mentally Not feeling worthwhile or

appearance [Ph]

anxious [Ps]

fight [Ps]

valued [Ex]

*These numbers indicate the ranks of the first item in every row. For example, “feeling a burden to others” (rankings: 1.1.4.5.), has been considered most often of influence as well as
blematic by vol and SCEN-physicians considered this items the 4" most frequently of influence to dignity and the 5™ most frequently as problematic to maintain dignity in

F
practice.
0 The abbreviation between the square brackets refer to the domain that includes the item, [Ph] physical domain, [Ps] psychological domain, [So] social domain, [Ex] existential domain

Other aspects relevant to sense of dignity

Issues that volunteers described more than a few times as issues relevant to sense of dignity
but not represented in PDI-items were: getting attention and acknowledgement for their
problems and wishes, being patronized, incontinence (apparently not recognized as covered
by the PDI-item ‘not being able to independently manage bodily functions’), being cared for
by many different caregivers, deterioration of hearing, eyesight or memory.

Issues that were described several times by SCEN-physicians as missing in the PDI
were: loss of control of bodily functions, which was often more specifically described as
incontinence of bladder and bowel, and the consequences of incontinence described as
unsightly appearance and unpleasant smell. Mental deterioration and not being able to
communicate was also mentioned more than a few times as missing in the PDI.
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Discussion

The present study was conducted to gain more insight into views of caregivers involved in
caring for terminally ill patients on maintaining personal dignity for patients reaching the
end of life. Therefore, we explored how trained volunteers and SCEN-physicians considered
the influence of the PDI-items and the extent to which the items can make it problematic
maintaining dignity in practice. Overall, volunteers indicated the items more frequently as
influential to dignity, and as problematic in practice to maintain dignity at the end of life
compared to SCEN-physicians. However, volunteers and SCEN-physicians have roughly
the same perspective on the relevance of the items with regard to dignity in patients near
the end of life.

A strength of the current study is the high response of the SCEN-physicians. Nevertheless,
this study has a few limitations. First, we do not know the response rate of the volunteers
and, the extent to which they are representative for untrained non-professional volunteers
involved in the provision of palliative care. Furthermore, the volunteers included in the
present study attended a VIPZ congress and, therefore, they might possibly be more
involved in their work and care giving at the end of life. They may be better able to imagine
which factors influence the sense of dignity in patients in the final phase of life compared to
caregivers in general since they have been trained.

Comparing our results to the data from a study by Chochinov et al. terminally ill cancer
patients more frequently (strongly) agreed that each item ascribe to sense of dignity."
Chochinov’s et al. found that the following two social items were the highest ranked items by
patients: “feeling a burden to others” and “not being treated with respect or understanding”.
Our study found that SCEN-physicians did not much ascribe the social items, “not being
treated with respect or understanding” in particular. “Experiencing distressing symptoms”
was the second last item ascribed as influential to dignity in Chochinov’s study, and not
included in the items top-10 of the volunteers in the current study while the item was most
frequently considered as problematic to maintain dignity in practice by SCEN-physicians.
It seems that SCEN-physicians consider the more physical aspects of suffering as most
influential to dignity and also as factors that can make it problematic maintaining dignity in
practice while volunteers think psychosocial aspects are most important to preserve personal
dignity at the end of life. This is in accordance to what Steinhauser and colleagues found
from a study on factors considered important at the end of life among patients, family
and other care givers'. They concluded that physicians tend to focus on physical aspects
whereas the perspective of patients and families regarding the end of life is broader focussing
also on psychosocial aspects and spiritual meaning'. An explanation for what we found
in the current study might be that the role of care giving at the end of life differs between
volunteers and SCEN-physicians. Volunteers are often more involved in someone’s personal
life by providing comfort and support to the patient as well as to his or her family and
friends, which might impact how volunteers think about the PDI-items with regard to
preserving or undermining personal dignity in terminally ill patients. They might possibly
be better able to imagine how a situation of terminal illness affect a patient’s life and his or
her social environment, and consequently what this means to the sense of personal dignity of
a patient. Whereas, SCEN-physicians are required by the Dutch euthanasia law to assess the

patient’s suffering and whether it is unbearable. In addition, since SCEN-physicians see the
people who explicitly requested for euthanasia, about 7% of all people who die nonsudden
in the Netherlands,'® they see the more complex medical situations. For these reasons, and
in accordance with the study performed by Pasman and colleagues,” it seems that physicians
focus more on physical suffering.

In accordance to a previous study which explored the construct of dignity and the content
validity of the PDI® the present study shows that communication has been considered as
an important aspect which is not covered in the PDI. In addition, the respondents of the
present study indicated that they missed items in the PDI, like for instance on ‘incontinence
of bladder and bowel’ and ‘unsightly appearance and unpleasant smell’. These issues are
basically represented, however, by the item ‘not being able to independently manage bodily
functions’. Since the respondents of the previous study indicated the same issues that are
missing in the PDL? it seems even more that the PDI-items might be quite abstract, and
that people prefer specifically phrased items like ‘not being able to independently get to the
toilet’ or ‘incontinence’.

In conclusion, this study makes an important contribution since there has been done
only little research to investigate the caregivers perspective regarding dignity at the end of
life. There were found differences in the relative importance of the items according to trained
volunteers and SCEN-physicians in the Netherlands. We might conclude that volunteers are
more likely to ascribe social factors to sense of dignity while SCEN-physicians are more
likely to ascribe physical factors to sense of dignity at the end of life. It seems the role and
responsibilities of a caregiver involved in the care for terminally ill patients affect the factors
that they think that influence dignity. Since dying with dignity has been considered as a
principle goal of palliative care and the PDI-items were developed in accordance to what
terminally ill cancer patients perceive that influence dignity, the PDI-items could help to
train people providing palliative care and, to attend to these factors to promote and maintain
dignity in patients at the end of life.
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In this thesis several issues and methodological challenges related to palliative care research
are described, and special attention is paid to measuring important concepts in this field i.e.
quality of life and personal dignity. The studies described in this thesis all contribute to a
better understanding of the current state-of-the art in outcome measurement in palliative
care research. The findings of these studies provide helpful information about the difficulties
of measuring the complex concepts of quality of life and personal dignity in research on
palliative care and can help to direct future research in this field.

This final chapter will discuss the findings of the studies described in the previous
chapters. First, some methodological considerations will be addressed. Subsequently, the
discussion is divided into three parts corresponding to those presented in the introduction.
The main findings and the interpretation of the results will be discussed per part.
Implications for research policy and suggestions for further research will also be considered
separately per part following on from the discussion of the main findings. Part I addresses
the main results and the interpretation of the results concerning the first research question
i.e. what is the methodological rigour of palliative care research in long-term care facilities
in Europe? The findings related to the feasibility and clinimetric quality of measurement
instruments to measure quality of life in palliative care patients will be discussed in
Part II. The following paragraphs included in Part III address the findings related to the
concept of personal dignity at the end of life and the influence of health status, socio-
demographics and the role of caregivers. The final paragraph draws some overall conclusions.

Methodological considerations of the studies

This thesis is based on four different studies: two systematic literature reviews, a survey
among people with an advance directive and a survey among caregivers involved in the care
for terminally ill patients.

The systematic reviews

The process of systematic review refers to locating, appraising and synthesizing the evidence
from all individual studies relevant to a specific research question. Chapter 2 described how
a systematic review of the literature was used to explore the field of research on palliative
care in long-term care facilities. In this way a comprehensive summary of all European
studies on palliative care in long-term care facilities could be given. Recent and adequate
information is needed to propose a future research agenda on palliative care research in
long-term care facilities in Europe. Since long-term care facilities are increasingly responsible
for palliative care the systematic review described in Chapter 2 is useful to provide those
professionals with information about state-of-the-art research in this field. Policy makers
and even researchers can benefit from an overview of the literature as they often have a lack
of time and knowledge to provide themselves with all the latest information. Since palliative
care has mainly been associated with patients with specific diseases such as cancer, it might be
that study populations in studies on long-term care facilities were not specifically described
as palliative care or end-of-life care population’ in particular because patients residing in
long-term care facilities do not often have specific terminal illnesses. Accordingly, a previous
study found that there is little similarity between patient groups that were defined as ‘end-
of-life’ patients, and showed the difficulty of defining groups in palliative care research.?
A consequence might be that not all studies on palliative care populations were indexed

as palliative or end-of-life care related studies on the medical databases such as PubMed.
Therefore, any relevant studies may not have been found by the search strategy we used in
the review study described in Chapter 2.

Chapter 3 and 4 are based on another systematic review that brought together all different
measurement instruments to assess quality of life for use in palliative care. This review
can be characterised as a clinimetric review as the content and measurement properties of
measurement instruments were critically appraised and compared. The clinimetric review on
quality-of-life measures can be very helpful for selecting an instrument for a certain purpose,
and to identify instruments that need further testing.?

Despite the possibility of missing any important studies, frequently mentioned in relation
to systematic reviews, it is unlikely that any relevant articles have been missed here. Some
experts were consulted in order to develop an adequate search strategy, and a clinimetric
search filter with a sensitivity of 90-97% was included.” Restriction the search to the English
and Dutch languages in both review studies might have limited the results. In addition, as
the amount of literature is growing rapidly it might be that from the time our systematic
reviews were submitted to a journal new studies were published. In general, systematic
reviews are not completely up-to-date at the moment of publication.

The survey studies

Survey research represents one of the most common types of quantitative research in health
and social science research. Cross-sectional surveys gather data to make inferences about a
population of interest at one moment in time.” We used a survey design as a cost-effective
and efficient way of gathering information from a large and specific study population and
to find relationships between population characteristics and other variables. Data used in
the studies described in Chapter 5 and 6 were collected from a large cohort study consisting
of more than 6,000 people with an advance directive. An important strength of this large-
scale cohort study is that we could divide the cohort into sub-groups that included enough
people to perform meaningful statistical analyses of the sub-group. Consequently, we could
adequately assess the content validity of the Patient Dignity Inventory since we split the
cohort in one group who completed the Patient Dignity Inventory and another group
who completed an open-ended question on dignity (Chapter 5). In addition, we were able
to define three health status groups in order to investigate the effect of health status on
perceptions of factors influencing personal dignity (Chapter 6).

Main concerns about survey research relate to sampling, representativeness and
generalizability. The advance directives cohort study was set up by taking random samples
from the membership files of the Right to Die-NL and the Dutch Patient Association. The
cohort is representative for the part of the Dutch population who formulated an advance
directive, although it has to be considered that people who do not have a standard advance
directive but draw one up for themselves were not included in the cohort. In addition,
comparing the two groups of the cohort to the Dutch population showed several differences
regarding background characteristics. The Right to Die-NL respondents were more often
single, more highly educated and non-religious.” The majority of respondents who were
members of the Dutch Patient Association were from a Protestant background.” It might
be argued that the results of our survey studies cannot be generalised to other populations
because people who formulated an advance directive may be considered as people having
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exceptional views on issues concerning the end of life. Nevertheless, concern about loss
of dignity is one of the most common reasons to formulate an advance directive; the
respondents may have thought more profoundly about life values and end-of-life issues
which makes the advance directives cohort a relevant group for the study of personal dignity.
The generalizability of the results described in Chapter 7 can also be criticised. Data for this
study was collected in two groups of caregivers, trained volunteer members of the National
Organisation of Volunteers in Palliative Terminal Care and Support and Consultation on
Euthanasia (SCEN) physicians, with much experience of the issues involved in care at the
end of life. Other caregiver respondents may have produced different results. However,
we assumed that experience with palliative care made our study population better able to
imagine which factors influence the sense of dignity in a patient’s final phase of life compared
to caregivers in general, which enhances the quality of the data.

Another possible source of bias frequently mentioned in relation to survey studies is the
inflexibility of questionnaires that may provide responses that may not accurately reflect how
the respondents exactly feel. We used a written questionnaire including the Patient Dignity
Inventory consisting of standardised questions. As one of our study aims was to investigate
whether the Patient Dignity Inventory comprehensively reflect the construct of personal
dignity at the end of life, we created a semi-structured questionnaire by giving the respondents
the possibility to indicate what aspects they missed in the Patient Dignity Inventory by an
open-ended question. In addition, one half of the cohort received a questionnaire including
open-ended questions concerning dignity which demonstrated that open-ended questions
provided more detailed information on how the respondents understand dignity at the end
of life as they could use more specific phrasing compared to the information gathered from
the Patient Dignity Inventory with structured response options provided.

Part 1

Research methodology in research on palliative care in long-term care facilities

Life expectancy has been increasing and more people are becoming very old, and will get frail
and/or suffer from chronic long-term illnesses.® Health care services are facing challenges to
provide good care for these frail older people. Moreover, increasingly more people live their
final phase of life in long-term care settings and die in these settings. Therefore, exploring
and studying the opportunities to provide appropriate palliative care services in long-term
care facilities is important.

Key findings and interpretation of the results regarding the methodological rigour of
palliative care research in long-term care facilities

Little attention has been paid to research on palliative care in long-term care facilities in
Europe, and the majority of the studies of them are descriptive. This can be related to the
relatively newness of research on patients receiving palliative care in long-term care facilities,
and the methodological difficulties hampering the use of interventions and randomized
clinical trials in studies investigating palliative care.”'® Another explanation might be

that the care given in long-term care facilities is not always considered as palliative care.
Residents of long-term care facilities do not usually die from cancer but are more likely to
die at an older age from complications associated with multiple chronic diseases.! Murray
and colleagues described the illness trajectory for people with progressive chronic illness
as ‘prolonged dwindling’."" The illness trajectory typical of frail elderly people or people
with dementia entails a short period of evident decline subsequent to a rather stable period
with progression.!! The illness trajectory of cancer is reasonably predictable and usually
characterised by a clear terminal phase. The traditional palliative care services concentrated
on providing comprehensive services in the last weeks or months of life,!! and consequently,
palliative care has mainly been associated with cancer patients. However, it has been
recognised that palliative care should be provided on the basis of needs rather than prognosis
or diagnosis.® The palliative care approach should be offered increasingly alongside curative
treatment to support people with chronic progressive illnesses over many years.!! As long-
term care residents have multidimensional care needs the palliative care approach including
psychological and spiritual care would also be an appropriate care approach in long-term
care settings.

More research on palliative or end-of-life care in long-term care facilities has been
performed in the Netherlands compared with other European countries. A reason may be
that the Netherlands is unique with regard to the existence of nursing home medicine as an
independent medical specialism.'? In the Netherlands a nursing home physician is part of
the staff in every nursing home. The long tradition of developing the system of long-term
care in the Netherlands went along with the involvement of long-term care facilities in
various scientific research projects in the past two decades.

Symptoms and symptom management were found to be the most frequently measured
outcome in the studies. A previous study that examined the status of palliative care research
in Europe also concluded that they were the main area of content of research.”® However,
this may not be surprising as pain and other physical symptoms are more clearly defined and
therefore easier to measure compared with psychosocial and spiritual issues. This seems to be
reflected by the content of the quality-of-life instruments as the domain of physical comfort
was more often included than the other domains of quality of life. Measuring psychosocial
or spiritual wellbeing is rather more complicated than measuring the presence of symptoms,
though increasing the understanding of psychosocial and spiritual issues in long-term care
facilities is of importance to improving research and care in long-term care facilities. For
instance, due to lack of agreement on a clear definition and consensus about appropriate
outcomes on spirituality, researchers and caregivers are given little guidance on how to assess
spiritual needs at the end of life, which is a barrier to the provision of adequate spiritual care
at the end of life.'*

Many different measurement instruments were used in studies on palliative care in long-
term care facilities. This may be due to the lack of knowledge about which instruments
are valid and most appropriate for use in long-term care facilities. Furthermore, many
residents are cognitively impaired, which makes using most instruments very complicated.
Consequently, many self-report questionnaires are not useful in these settings. Although
studies investigating the agreement between patient and proxy ratings report inconsistent
findings">"’
because of the high prevalence of dementia.

the use of proxy ratings is of utmost importance in research in these settings
18,19
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Suggestions for research policy and practice regarding the methodological rigour of
palliative care research in long-term care facilities

In order to develop more evidence and to improve research on palliative care in long-term care
facilities more uniformity in defining palliative care in these settings needs to be developed.
As we described in the introduction, conceptual clarity and clearly defined study populations
are of significant importance to operationalizing concepts. Therefore, the development of
well-defined and more standardised descriptions concerning the quality of palliative care
is needed. In addition, the identification of appropriate outcomes reflecting the concerns
of patients receiving palliative care, like for instance, quality of life and dignity, and how
these outcomes can best be measured is important. Special attention should be paid to the
identification of outcomes and the development and validation of measurement instruments
that can be used for proxy assessments. In order to improve palliative care nationally and
internationally, organizations for the promotion and development of palliative care, such as
the European Association for Palliative Care (EAPC) or the International Association for
Hospice & Palliative Care (IAHPC), should support further development and identification
of concepts, definitions and outcomes for palliative care research. These organisations should
stimulate their use and help to implement the use of more standardised concepts, definitions
and outcomes as this would make research more comparable and benefit all researchers
working in the field. In addition, clear definitions and valid outcome measures are needed to
adequately evaluate interventions in the palliative care setting. Moreover, organisations for
research funding should also be aware of the importance of conceptual clarity and adequate
and valid measures in order to perform high quality research and evaluate interventions.
In order to improve research and to develop adequate evidence-based palliative care,
more prospective and longitudinal studies, such as trials and intervention studies to verify
hypotheses defined by the descriptive studies conducted in the field, should be developed,
although retrospective studies can also provide relevant information and have many practical
advantages considering the frailty and short life expectancy of patients receiving palliative
care. Furthermore, duplicating or expanding national research projects can be an efficient
way to provide more robust evidence, to achieve international collaboration and to make
research more comparable across countries in order to facilitate international guideline
development, evidence-based care, and policy making.

Part I1

Measuring quality of life in palliative care

The primary goal of palliative care is to improve the quality of life of patients and their
families. According to the WHO definition of palliative care this means that in addition
to physical pain and symptoms attention need to be paid to patients’ psychosocial and
spiritual concerns.?® Palliative care may entail any form of medical care or treatment that
concentrates on the prevention and relief of suffering. Any combination of pain and
symptom management, psychological care and spiritual care, and social support can be

applied to improve the quality of life of patients for whom there are no longer any curative
treatment options.”' Quality-of-life measurement is an important aspect of palliative care,
given that maximizing the quality of life in terminally ill patients is the main aim of this type
of care. Four principal goals supporting the importance of measuring the quality of life and
outcomes of care have been described by Hearn and Higginson.? First, detailed information
about the patient obtained by outcome measurement can be used for clinical monitoring to
aid and improve patient care, and to help in decision making.” Second, the care provided
can be audited by determining whether standards are being achieved and by identifying
potential areas for improvement. Third, quality-of-life outcome measures can be used to
compare services, or to compare care before and after the introduction of a service in order to
assess the efficacy and cost-effectiveness of care services. Finally, analysis of data generated by
the use of outcome measures can be used to inform purchasers and thereby secure resources
for future services. According to these goals the use of instruments to measure quality of life
and care outcomes should be encouraged. A large variety of measurement instruments have
been developed and used to measure quality of life in palliative care. However, there is a lack
of consensus on what is the most appropriate outcome measure.

Key findings and interpretation of the results regarding the content of the quality-of-
life instruments

A first step in the evaluation of the quality-of-life instruments was the development of a
quality-of-life framework including domains identified as important to people for whom
there are no curative treatment options. Physical comfort, physical functioning, cognitive
functioning, psychological, social and spiritual wellbeing and perceived quality of care
were identified as the most important domains. Most quality-of-life instruments suitable
for use in palliative care covered only one or two of these domains, and none of the
instruments covered all quality-of-life domains included in the framework. The domain of
physical comfort was the most often included in the quality-of-life instruments. However,
it is generally recommended that health-related quality-of-life should be assessed using a
multidimensional instrument rather than by using one or more unidimensional instruments
assessing one particular domain of quality of life.? Thus, the outcome measures should
be comprehensive and reflect the specific goals of palliative care. Dame Cicely Saunders
advocated that people are indivisible physical and spiritual beings.”> In addition, several
studies showed that spiritual and existential issues become more and more important
at the end of life,”?® and the existential or spiritual domain has also been found to be
an important determinant of quality of life in palliative care settings.”’ However, many
health-related quality-of-life measures may be criticised for being too narrow by mainly
focusing on physical, psychological and social aspects of a patients life. Since the concept of
spirituality has not been very well defined, we hypothesised that the domain of spirituality
was rarely included in the quality-of-life instruments. We found that half of the quality-of-
life instruments identified in our study contained items relating to spirituality. Most of these
items were related to meaning or purpose of life and are possibly phrased in such universal
terms to develop an item that make sense to all respondents, and not only to people adhering
to a belief or religion. A recent study on the conceptualization of measurable aspects of
spirituality identified the following dimensions of spirituality as the most important: spiritual
beliefs, spiritual activities, and spiritual relationships, and spiritual coping.!* Spirituality or
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existential issues can offer patients a way that may help to cope with illness and illness-related
difficulties and therefore, conceptualization of spiritual aspects requires further attention.
Understanding a patient’s quality of life and whether a patient has any spiritual distress can
also help to assist caregivers in planning palliative care.

Key findings and interpretation of the results regarding the quality of the instruments

Twenty-nine questionnaires were found to be appropriate to assess the quality of life of
palliative care patients. The previous paragraph discussed the content of the instruments and
demonstrated that some only included one or two quality-of-life domains. These instruments
can be considered as domain-specific measures. We also identified measures that were disease-
specific, e.g. specifically developed for cancer patients, setting-specific measures such as those
specifically developed for use in a hospice setting, and more generic measures, targeted on
palliative care populations in general. The advantage of the more generic measures is that
they are suitable for use in patients with different conditions, and they make comparisons
across different palliative care populations and settings possible. Domain-specific measures
and disease-specific measures are intended to provide more information or more specific
information. However, whether more information will be gained by use of a domain-specific
instrument is clearly dependent on the measurement properties of the instrument.

The majority of the 29 quality-of-life instruments that were identified had not yet been
adequately evaluated with regard to their measurement properties. Consequently, none
of them achieved satisfactory ratings for all the measurement properties. This is probably
due to the strictness of the criteria we used to assess whether the measurement properties
were adequately evaluated and if the instrument showed satisfactory results with regard to
the measurement properties. Seven of the 29 questionnaires identified in our review study
were revised versions. In other words, researchers tried to improve the original instrument,
mostly by excluding the least relevant items, resulting in a shorter questionnaire. Revision
can improve the practical feasibility of the instrument but it does not automatically mean
that the clinimetric quality has improved.

The number of measurement instruments designed to assess quality of life is rapidly
increasing but have not yet been adequately evaluated. Consequently, selecting an instrument
has become a big challenge for researchers and clinicians. The choice of a measurement
method is a crucial part of research and imperative to the evaluation of outcomes since it
determines the quality of data. Apart from the clinimetric quality of the instrument the
purpose of measurement also plays a role in the choice. Understanding of the strengths and
limitations with regard to the clinimetric quality of an instrument is of crucial importance
to the adequate choice of one suiting the purpose of the study. For instance, if the purpose
of measurement is evaluation, testing for responsiveness is important, and if the aim of
the study is discrimination, reliability testing is of significance. The instrument must fit
the measurement goal, but also the feasibility of an instrument is important. Information
on the length of the questionnaire, the time needed to complete the questionnaire and
the method of administration of a measure varies widely over the instruments, and could
also help clinicians and researchers to decide which instruments may be appropriate and/or
feasible for a particular study or setting. However, the amount and quality of information
gained by the use of one or more instruments should be balanced with the burden they
place on the respondents and the costs of data collection. Self-report questionnaires are
generally preferred over the use of caregivers or significant others as raters. Inconsistent

findings exist with regard to the use of proxy raters while the use of self-report questionnaires
refers to assessment directly from the patient which can be considered as the most valid
way of collecting subjective data such as that on quality-of-life.*> However, proxies may be
considered an alternative or complementary source of information since patients receiving
palliative care are not always able to complete a questionnaire themselves.

Suggestions for research policy and practice regarding quality-of-life measures

Since most of the instruments that were identified had not yet been adequately evaluated
it was not possible to provide an explicit recommendation for one specific quality-of-life
instrument for use in palliative care. However, it is useful to make researchers and clinicians
aware of the state of the art in quality-of-life measures for use in palliative and end-of-life
care. A clear overview of the current level of development regarding the availability and
appropriateness of the quality-of-life measures for palliative care can help researchers and
clinicians to select an instrument. No specific instrument have been shown to be the best to
assess quality of life and therefore the use of the instruments that received the best ratings for
their measurement properties MQOL, followed by the QUAL-E and the QODD, can be
recommended. In addition we would recommend evaluation of existing multi-dimensional
instruments with a good content validity over developing new instruments as there already
exists a wide variety of instruments intended to assess the construct of quality of life. The
use of comprehensive quality-of-life measures could help caregivers to plan palliative care
services and to set priorities in order to achieve the best possible quality of life for patients in
the last phase of life. Thus, the outcome measures should be comprehensive and reflect the
specific goals of palliative care. A first step in selecting a quality-of-life instrument for use in
a study in palliative care is to specify the aims of the study or clinical problems of interest
and to compare these with the content of the instrument.* If quality of life will be measured
to evaluate an intervention, it is important to consider in which domains change is expected
and to select an instrument that includes these domains. Second, it is important to be aware
of how the instrument was developed and the strengths and weaknesses of an instrument to
interpret the results adequately.

In accordance with what we described earlier, organisations like the EAPC and IAHPC
should take the initiative in mobilising international palliative care organisations to develop
a network and infrastructure to share, distribute and integrate knowledge and expertise
internationally. Coordinated actions should encourage and foster international collaboration
to create international agreement on instruments to measure outcomes for palliative care. In
addition, EAPC and IAHPC should guide the coordination to stimulate further development
and testing and promotion of the use of one or a few well-developed and adequately tested
instruments. Furthermore, the translation of instruments should be coordinated to stimulate
appropriate translation in order to enable cross-cultural comparison between studies.
Moreover, standardization and repetitive use of measurement instruments creates better
understanding of the meaning of scores and changes in scores on a specific instrument, so
that the score can be translated into information that is meaningful to the patient, clinician
or researcher. An important advantage of the use of one or a few high-quality instruments is
the comparability of research results providing more robust evidence to facilitate guideline
development, evidence-based care, and policy making. An important recommendation for
research funders is that they should create research programmes in the field of palliative care
focussing on conceptual, methodological and clinimetric research.
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Part II1

Measuring dignity at the end of life

While improvement of quality of life has been considered as the main purpose of palliative
care, patients frequently speak about the importance of preserving their personal dignity
when considering the end of life. As a consequence dignity has been seen as a central goal of
palliative care but is still a relatively new concept in research. In line with the growing interest
of the concept of personal dignity, measuring dignity in palliative care research has become of
significant importance. Especially with regard to studies investigating the patient perspective,
dignity can be a very useful outcome in order to provide a comprehensive understanding of
the patient’s wellbeing. Therefore, our studies make an important contribution to the better
understanding of the concept of dignity at the end of life.

Key findings and interpretation of the results regarding measuring dignity

Investigating the construct of personal dignity and the content validity of the Patient Dignity
Inventory showed that independence, incontinence, pain, mental clarity, dementia, the
ability to communicate and adequate care have important influence on personal dignity at
the end of life. The majority of the items in the Patient Dignity Inventory were also found
to be relevant to the sense of dignity at the end of life by people with an advance directive;
however, the items did not comprehensively reflect the construct of dignity as items on
communication and care-related aspects were not included in the instrument. In view of
those findings, the way caregivers approach patients and communicate with them can be seen
to have great influence on dignity at the end of life. Considering that physical and mental
independence which influence a patient’s sense of dignity cannot be changed, relatives and
caregivers should aim to preserve dignity in a patient’s last phase of life. A new measurement
instrument was developed in accordance with the findings from our study that evaluated
the construct of personal dignity and the content validity of the Patient Dignity Inventory
prototype.®® This instrument can be used to measure the influence as well as the presence of
factors that influence self-perceived dignity, and consists of four domains: evaluation of self in
relation to others, functional status, mental status, and care and situational aspects.

The results from the study described in Chapter 6 showed that the perceptions of
factors maintaining personal dignity at the end of life of people in good health were not
substantially different from the perceptions of people who suffer from any disease and/or
disability except for three physical factors related to symptoms, roles and routines. Those
items were considered significantly more influential on dignity for people with poor health
status. This would suggest that healthy people tend to underestimate the physical aspects that
were found to be influential on dignity at the end of life. The results also suggest that people
do not change their mind about the influence of psychological, social and existential factors
on personal dignity at the end of life when their health status changes. Socio-demographic
characteristics such as gender, age, having a partner and having a belief or religion rather than
health status affect the perception of factors influencing dignity at the end of life. Although
patients need to adjust continuously during the illness trajectory to find a way to cope with
their changing health condition, the data suggest that the understanding of dignity will not

substantially change as health status changes. The understanding of personal dignity and
especially the psychological, social and existential factors covered by this construct seem to
be reasonably stable. Although several authors***® have expressed concerns about patients
who may change their minds about life values and preferences for care when confronted with
a serious illness or in an illness trajectory, an important implication followed from the study
(Chapter 6) might be that personal dignity can already be discussed in good health or in an
early stage of a disease. Discussing a patient’s understanding of dignity can be part of advance
care planning and help to develop value-based preferences about future care. However, we
need to be cautious in suggesting that people’s views on dignity remain stable during the
trajectory of illness as our study was not a longitudinal research study.

In Chapter 7 we showed that Dutch caregivers involved in caring for dying patients
consider the same items as relevant to dignity as terminally ill patients. However, the trained
volunteers included in this study indicated these items more frequently as influential to
dignity, and as problematic in practice to maintaining dignity at the end of life than did
SCEN (Support and Consultation on Euthanasia)-physicians. It seems that SCEN-physicians
consider the physical aspects of suffering as most influential and problematic in practice
to preserving dignity while volunteers think psychosocial aspects are most important. An
explanation might be that volunteers are more often involved in someone’s personal life
and are listening to what matters to the patient and his or her relatives. SCEN-physicians
visit the people who explicitly request euthanasia in order to assess the their suffering and
whether it is unbearable.?” This could explain why SCEN-physicians seem to focus more on
physical suffering. A caregiver’s role in providing care for a terminally ill patient seems to
affect their perception of the influence of factors that could maintain dignity.

Suggestions for research policy and practice regarding measuring dignity

Caregivers play an important role in the provision of care and support for terminally ill
patients. With regard to future research, comparison of patient perceptions of dignity at the
end of life and the perceptions of their caregivers in one study would be helpful to further
explore understanding of and attitudes towards dignity, in particular because caregivers do
have an important role in providing care for terminally ill patients, and communication and
care-related aspects showed as important factors influencing sense of dignity at the end of
life. Therefore, some of the results concerning the perceptions of dignity at the end of life
are of particular interest for care providers involved in palliative care. Caregivers should be
aware of the impact they may have in preserving dignity. This is in line with two previous
studies that stressed the importance of the role of nursing staff in preserving dignity in
elderly people.’®* Anderberg et al. described that the concept of preserving dignity should
be part of caregivers' thinking in order to provide good care.® Dignity should become a
subject of education and training, especially for people providing palliative care. In palliative
care practice, measuring dignity can be helpful for caregivers to identify which factors
affect or have affected a patient’s sense of dignity in order to change focus of caregiving.
The use of an instrument to measure factors that influence dignity can also be helpful to
initiate and facilitate communication about values and preferences for care at the end of life.
This can be considered as even more important since a lack of understanding of a patient’s
wishes about future care might result in loss of dignity, and additional distress for relatives
and caregivers. Thus an outcome measure to assess personal dignity may be helpful in the
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process of advance care planning, to discuss and evaluate patients’ preferences for future care,
early in the illness trajectory or even before the issues arise due to disease or disabilities. An
adequate and appropriate instrument is needed to identify factors that affect or have affected
a patient’s sense of dignity. Therefore, more research regarding the feasibility and validity of
the dignity-instrument we referred to in the previous paragraph 33 would be recommended.
It would also be helpful to know whether this instrument can be used as a proxy assessment
instrument. Future longitudinal research is needed to investigate whether peoples’ views on
dignity remains stable during the trajectory of illness to verify or disprove the assumption
that personal dignity might be a stable construct. Furthermore, it would be interesting to
further explore what additional information would be gathered by measuring dignity in
addition to quality of life considering that dignity and quality of life have some overlapping
domains.

Conclusions

Much research has been done in the field of palliative care, with a main focus on cancer
palliative care. As a growing number of people will be in need of palliative care over the
coming years a lot more research is needed with a new focus on palliative care for non-cancer
patients and palliative care in long-term care facilities. Research is very important to evaluate
present palliative care services and to further develop adequate palliative care. However
conceptual clarity and the development of well-defined and more standardized descriptions
concerning quality of palliative care are needed to develop high-quality research. In addition,
special attention should be paid to the identification of outcomes reflecting the concerns of
patients receiving palliative care in these settings, and the development and validation of
measurement instruments that can be used for proxy assessments

Quality of life is a central concept and an important outcome measure in palliative care,
and therefore measurement instruments to measure quality-of-life are of great importance.
Personal dignity is increasingly considered as a goal of palliative care but is a relatively new
concept in the field. Comparing the concepts of dignity and quality of life suggests that these
concepts include some overlapping domains. Physical, socio-psychological and spiritual
aspects are reflected in both concepts. The concept of personal dignity goes beyond the
assessment of physical and psychological health status as it also includes one’s perception
of worthiness. In addition to quality of life, personal dignity might be an important and
comprehensive outcome in palliative care research, especially with regard to research on
patient perspective in this field.
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Summary

Palliative care is the active, total care for patients and their families who face the problems
associated with a disease that is not responsive to curative treatment. The palliative care
approach focuses on controlling all aspects of suffering — physical, social, psychosocial and
spiritual. The intention is neither to prolong life nor to hasten death but to enhance the
quality of life of patients and their families. The ageing population with increasingly more
people suffering from chronic diseases means a growing number of people will be in need
for palliative care. Palliative care research is of utmost importance in informing policymakers
and improving clinical practice. However, many practical and ethical challenges are
associated with research in this field, particularly because patients in the last phase of life are
rarely stable, are often cognitively impaired and the type of intervention they receive varies.
There is a lack of conceptual clarity and wide range of definitions in research on palliative
care. Determining appropriate outcomes and identifying measurement instruments for the
adequate assessment of outcomes is challenging. Quality of life is the main focus of palliative
care and therefore considered as an important outcome measure. Dignity is increasingly
considered as a goal of palliative care but is a relatively new concept in this field.

This thesis contains three parts of which the first focuses on research methodology in
palliative care research in long-term care facilities. Part II focuses on measuring quality of life
in palliative care and part III on personal dignity at the end of life. We hope to contribute to
a better understanding of the current state of the art in palliative care research in long-term
care facilities as these facilities are becoming more important in the provision of palliative
care for older people, and to provide helpful information about measuring the concepts of
quality of life and dignity in research in palliative care.

Part I — Research methodology in palliative care research in long-term care facilities

In Chapter 2 the methodological rigour in palliative care research in long-term care facilities
in Europe is explored. In order to find all papers reporting on patient outcome data of
palliative care populations residing in long-term care facilities in Europe we performed a
systematic literature review. Fourteen mainly descriptive studies were found. None described
their study population specifically as a palliative care or end-of-life care population, most
were conducted in the Netherlands and many different measurement instruments were used,
mostly as proxy ratings to measure symptoms and symptom management. To improve future
research on palliative care in long-term care facilities, agreement on what can be considered
as palliative care in long-term care facilities and the availability of well-developed and tested
measurement instruments is needed to provide more evidence, and to make future research
more comparable.

Part II - Quality of life as outcome measure in palliative care

Chapter 3 provides an overview of the content and domains measured by the quality-of-
life instruments that are appropriate for use in palliative care. First, we performed a non-
systematic literature review to identify the domains most important for the quality of life for
palliative care patients. A quality-of-life framework was developed including the following
domains: physical comfort, physical functioning, cognitive functioning, psychological,

social and spiritual wellbeing and perceived quality of life. A second systematic literature
review identified 29 instruments suitable for use in palliative care and in measuring quality
of life. None of these instruments covered all aforementioned domains but only one or two
quality-of-life domains. As spirituality is not well defined but considered as an important
issue in palliative care we specifically focused on the domain of spirituality to find out how
this domain was operationalized in the instruments. Most of the spiritual items concerned
the meaning or purpose of life.

Chapter 4 is also based on the systematic literature review that identified the 29 quality-
of-life instruments but this chapter reports the instrument characteristics such as target
population, number of items, time needed to complete them etc. In order to assess the
clinimetric quality of the instruments we evaluated the measurement properties by use of
a widely accepted rating list. None of the instruments demonstrated satisfactory results. As
not all measurement properties of all instruments have yet been adequately tested, we have
not been able to provide an explicit recommendation for the use of one specific instrument.
Opverall, the MQOL, followed by the QUAL-E and the QODD, received the best ratings
for their measurement properties. The information about practical aspects and clinimetric
quality of the instruments can help clinicians and researchers in their choice of an instrument.
The evaluation of existing instruments with good content validity should have priority over
the development of new instruments.

Part III - Dignity as outcome measure in palliative care

Chapter 5 describes how we analysed the construct of personal dignity in addition to the
evaluation of the content validity of the Patient Dignity Inventory. Data for this study were
collected within the framework of an advance directives cohort study. One half of the cohort
(n=2537) received a questionnaire including the Patient Dignity Inventory whilst the other
half of the cohort (n=2404) received a questionnaire including an open-ended question
on personal dignity. Content labels were assigned to issues mentioned in the responses to
the open-ended question. The COSMIN checklist (‘COnsensus-based Standards for the
selection of health status Measurement INstruments’) was used to assess the relevance and
comprehensiveness of the items of the Patient Dignity Inventory. The study demonstrated
that the items of the Patient Dignity Inventory were relevant for people with an advance
directive, and that in addition to being valid for use in terminally ill cancer patients, the
Patient Dignity Inventory can be used in a general population to obtain insight into people’s
thoughts about what would constitute dignity in the last phase of their life, although the
comprehensiveness of the Patient Dignity Inventory can be improved by including items
concerning communication and care-related aspects, and specifically phrasing of the items
can improve the Patient Dignity Inventory.

Chapter 6 examines whether health status affects the perceptions of factors influencing
personal dignity at the end of life, and the relationship between those perceptions and socio-
demographic characteristics. In this study a subsample (n=2282) of the advance directives
cohort study was used. Three different health status groups (good, moderate and poor)
were defined based on the EQ-5D and a question on whether they had an illness. For each
health status group we calculated the percentage of respondents who indicated the extent to
which the items of the Patient Dignity Inventory would influence their dignity as large or
very large. Logistic regression analyses were used to investigate the associations between the

165



166

perceptions of factors influencing personal dignity and socio-demographics. The percentage
of respondents who indicated the factors as having a large/very large influence on dignity
at the end of life were not significantly different for the three health status groups, except
for three physical items on symptoms, roles and routines. Those items this chapter reports
had significantly more influence on dignity for people with a poor health status. Gender,
old age, having a partner and having a belief or religion that is important to one’s life were
associated with the understanding of factors influential to dignity. Health status seems only
to affect perceptions of physical factors maintaining dignity at the end of life. This suggests
that the understanding of dignity will not substantially change as health status changes and
may support starting advance care planning early.

In Chapter 7 the Patient Dignity Inventory was used to investigate and compare the
understanding of physicians and volunteers of factors that can influence a patient’s perceived
dignity, and can make it problematic in practice to preserve their dignity. A written
questionnaire including the Patient Dignity Inventory was sent to two groups of caregivers:
trained volunteers (n=236) and end-of-life consultants (Support and Consultation on
Euthanasia (SCEN)-physicians; n=427). They were asked the extent to which they
considered the items as influential on dignity in terminally ill patients, and as problematic
in practice in maintaining dignity for patients in the last phase of life. Overall, volunteers
more frequently indicated the items of the Patient Dignity Inventory as influential on
dignity and problematic in practice to maintain dignity compared with SCEN-physicians.
There are some differences in the relative importance of items according to volunteers and
SCEN-physicians. It seems that SCEN-physicians consider the physical aspects of suffering
as most influential and problematic in practice for preserving dignity while volunteers think
psychosocial aspects are most important. This study shows that the role and responsibilities
of caregivers involved in the care of terminally ill patients affect the factors that they think
influence dignity.

In Chapter 8 the main findings are discussed. Overall, conceptual clarity and the
development of well-defined and more standardized descriptions concerning quality of
palliative care are needed. In addition, special attention should be paid to the identification
of outcomes reflecting the concerns of patients receiving palliative care in these settings, and
the development and validation of measurement instruments that can be used for proxy
assessment, as many patients receiving palliative care are lacking in capacity and not able
to complete self-report questionnaires. Organisations for the promotion and development
of palliative care such as the European Association for Palliative Care or the International
Association for Hospice & Palliative Care should stimulate and support further development
and identification of standardized concepts, definitions and outcomes for palliative care
research. These organisations can also help to implement more standardized concepts and
outcomes to make research more comparable in order to benefit all researchers in the field.

Research is very important to evaluate present palliative care services and to further
develop adequate palliative care. Future palliative care research should not focus solely on
cancer patients but also on palliative care for non-cancer patients and those residing in long-
term care facilities. In addition to quality of life, personal dignity can be considered as an
important outcome measure in palliative care.

Samenvatting

Palliatieve zorg is de zorg voor mensen waarbij genezing niet meer mogelijk is. Het doel van
palliatieve zorg is niet om het leven te verlengen of de dood te bespoedigen maar om een zo
hoog mogelijke kwaliteit van leven voor patiénten en hun familie en naasten te realiseren.
Deze zorg richt zich op het voorkomen en verlichten van lijden om het leven van de patiént
zo comfortabel mogelijk te maken. Palliatieve zorg is een multidisciplinaire benadering
en omvat vroegtijdige signalering en zorgvuldige beoordeling en behandeling van pijn en
andere problemen van lichamelijke, psychosociale en spirituele aard. Traditioneel gezien
richt palliatieve zorg zich op mensen met kanker. Echter is er in de periode voorafgaand aan
de terminale fase en in patiéntenpopulaties met niet-oncologische aandoeningen zoals CVA,
COPD en hartfalen ook behoefte aan palliatieve zorg.

De vergrijzing en een groeiend aantal mensen dat lijdt aan (meerdere) chronische
aandoeningen leidt tot een hogere vraag naar palliatieve zorg. Goed wetenschappelijk
onderzoek naar palliatieve zorg is van groot belang voor de ontwikkeling en verbetering
van de palliatieve zorg en bij het informeren en adviseren van beleidsmakers in de zorg. De
opzet en uitvoering van onderzoek naar palliatieve zorg brengt echter tal van praktische en
ethische dilemma’s met zich mee. Het selecteren van palliatieve patiénten voor deelname
aan een onderzoek is gecompliceerd doordat deze patiénten vaak ernstig ziek zijn, last
hebben van cognitieve beperkingen, zelden in een stabiele toestand verkeren en hun
zorgbehoeften continu veranderen. Door het gebruik van een breed scala van definities en
uitkomstmaten in onderzoek naar de zorg rondom het levenseinde is het soms lastig om
onderzoekspopulaties en uitkomsten van onderzoek met elkaar te vergelijken. Zo worden
concepten als de terminale fase, stervensfase en het levenseinde op verschillende manieren
gebruikt gedefinieerd en geinterpreteerd, wat leidt tot de nodige verwarring. Om het effect
van een behandeling te kunnen meten of de zorg over een bepaalde periode te evalueren
is het belangrijk dat een geschikte uitkomstmaat wordt gekozen en is een betrouwbaar en
valide meetinstrument nodig. Omdat de kwaliteit van leven centraal staat in palliatieve zorg
is het meten van kwaliteit van leven buitengewoon belangrijk. Daarnaast wordt het waardig
laten sterven van mensen vaak gezien als het streefdoel van palliatieve zorg.

Dit proefschrift bestaat uit drie delen. Het eerste deel gaat over onderzoeksmethoden
in onderzoek naar palliatieve zorg in instellingen voor langdurige zorg. Deel twee van dit
proefschrift richt zich op het meten van kwaliteit van leven in de palliatieve zorg en deel drie
gaat over persoonlijke waardigheid aan het levenseinde.

Deel I — Onderzoeksmethodologie in onderzoek naar palliatieve zorg in instellingen
voor langdurige zorg

Met een groeiend aantal ouderen en chronisch zieken neemt de behoefte van palliatieve
zorg in instellingen voor langdurige zorg zoals verpleeghuizen toe. Hoofdstuk 2 beschrijft
een systematisch literatuuronderzoek waarin is gezocht naar studies over palliatieve zorg in
instellingen voor langdurige zorg. Het doel was inzicht te krijgen in de onderzoeksmethodogie
en uitkomstmaten in onderzoek naar palliatieve zorg in instellingen voor langdurige zorg dat
uitgevoerd is in Europa. Veertien voornamelijk beschrijvende studies met een prospectief
en retrospectief design werden gevonden. Acht studies weren uitgevoerd in Nederland en
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geen van alle studies beschreef de studiepopulatie expliciet als een palliatieve populatie.
Veel verschillende meetinstrumenten werden gebruikt, waarbij vaak proxy-respondenten
(familie of zorgverleners) werd gevraagd naar de mate van aanwezigheid van symptomen of
het effect van de behandeling van symptomen. Om toekomstig onderzoek naar palliatieve
zorg in instellingen voor langdurige zorg te verbeteren is de beschikbaarheid en het gebruik
meetinstrumenten die ook speciaal ontwikkeld en getest zijn voor gebruik in deze instellingen
van groot belang. Belangrijk is ook dat de zorg in instellingen voor langdurige zorg zoals
verpleeghuizen beschouwd wordt als palliatieve zorg.

Deel IT — Kwaliteit van leven als uitkomstmaat in de palliatieve zorg

Hoofdstuk 3 geeft een overzicht van de inhoud van vragenlijsten waarmee kwaliteit van
leven gemeten kan worden in de palliatieve zorg. Eerst is een verkenning van de literatuur
uitgevoerd om te bepalen welke domeinen het meest van belang zijn voor de kwaliteit
van leven van mensen met een ongeneeslijke aandoening. Uit de literatuur bleken de
volgende domeinen het meest van invloed op de kwaliteit van leven van patiénten zonder
(curatieve) behandelmogelijkheden: lichamelijk comfort; (lichamelijk) functioneren;
cognitief functioneren; psychisch welbevinden; sociaal welbevinden; spiritueel welbevinden;
waargenomen kwaliteit van zorg; algemene kwaliteit van leven.

Een systematisch literatuuronderzoek is uitgevoerd in online gegevensbestanden voor
wetenschappelijke literatuur op gebied van geneeskunde (PubMed en Embase), verpleegkunde
(CINAHL) en psychologie (PsycINFO). Een zoekstrategie werd opgebouwd uit zoektermen
rondom kwaliteit van leven en palliatieve zorg en bevatte een verzameling zoektermen
ontworpen om studies over de ontwikkeling en/of validatie van vragenlijsten te vinden. Het
systematisch literatuuronderzoek leverde 29 verschillende vragenlijsten op die kwaliteit van
leven meten bij patiénten die palliatieve zorg ontvangen. De meeste vragenlijsten bevatten
één of twee van alle bovengenoemde domeinen. Omdat spiritualiteit wordt gezien als een
belangrijk onderwerp binnen de palliatieve zorg is specifiek aandacht besteed aan de wijze
waarop spiritualiteit geoperationaliseerd (meetbaar gemaakt) is in de kwaliteit-van-leven
vragenlijsten. Vijftien van de 29 vragenlijsten bevatte één of meer items gerelateerd aan
spiritualiteit. Deze items gingen vaak over een doel of betekenis van het leven.

Hoofdstuk 4 beschrijft de praktische toepasbaarheid en klinimetrische kwaliteit van de
29 verschillende vragenlijsten waarmee kwaliteit van leven gemeten kan worden bij patiénten
die palliatieve zorg ontvangen. Twee onderzoekers hebben onathankelijk van elkaar gekeken
naar een aantal algemene kenmerken van de vragenlijst, zoals de doelpopulatie, de gemeten
domeinen van kwaliteit van leven, het aantal vragen en de invultijd. De klinimetrische
kwaliteit werd ook door twee personen onathankelijk van elkaar beoordeeld met behulp
van kwaliteitscriteria. De volgende meeteigenschappen zijn beoordeeld: inhoudsvaliditeit,
constructvaliditeit, —interne consistentie, reproduceerbaarheid, responsiviteit en
interpreteerbaarheid. De klinimetrische kwaliteit bleek sterk te verschillen tussen de
vragenlijsten. Voor veel vragenlijsten gold dat de meeteigenschappen niet of niet op de juiste
wijze waren geévalueerd waardoor het niet mogelijk was een aanbeveling te doen voor het
gebruik van één bepaalde vragenlijst. De meeteigenschappen van de MQOL en de QUAL-E
en QODD werden het best beoordeeld. De informatie over algemene eigenschappen van
de vragenlijsten en de klinimetrische kwaliteit bieden samen een hulpmiddel voor het
kiezen van een vragenlijst voor klinische toepassingen of onderzoeksdoeleinden. Niet het

ontwikkelen van nieuwe vragenlijsten maar het verder testen van meeteigenschappen van
bestaande vragenlijsten wordt aanbevolen.

Deel III — Waardigheid als uitkomstmaat in de palliatieve zorg

Waardigheid is een thema dat vaak ter sprake komt in gesprekken rond zorg voor stervende
patiénten. Mensen waardig te laten sterven wordt vaak beschouwd als centraal doel van
palliatieve zorg. Echter is het concept waardigheid relatief nieuw in onderzoek naar
palliatieve zorg en niet eenduidig gedefinieerd waardoor de term op verschillende manieren
gebruikt wordt. Op basis van een kwalitatieve studie rondom waardigheid bij terminale
kankerpatiénten ontwikkelden de Canadese onderzoeker Chochinov en zijn collegas een
model rond waardigheid en een vragenlijst van 22-items om stress gerelateerd aan waardigheid
aan het einde van het leven te meten.

Het doel van het onderzoek beschreven in hoofdstuk 5 was: 1) het analyseren van het
construct persoonlijke waardigheid aan het levenseinde bij mensen met een wilsverklaring in
Nederland, en 2) het evalueren van de inhoudsvaliditeit van de Patient Dignity Inventory. Dit
onderzoek werd ingebed in een groot cohortonderzoek onder mensen met een wilsverklaring.
Eén helft van het cohort (n=2537) kreeg de vraag om de Patient Dignity Inventory in te
vullen en voor ieder item aan te geven in welke mate dit van invloed zou zijn op het gevoel
van waardigheid aan het levenseinde. De andere helft van het cohort (n=2404) kreeg een
vragenlijst die een open vraag bevatte waarin mensen gevraagd werd wat zij verstaan onder
waardigheid aan het levenseinde en welke factoren van invloed zouden zijn op het gevoel van
persoonlijke waardigheid wanneer zij ongeneeslijk ziek zouden zijn. De antwoorden op deze
open vraag werden geanalyseerd door het labelen van thema’s die vaak genoemd werden.
Vervolgens werd met behulp van de COSMIN-checklist (‘COnsensus-based Standards
for the selection of health status Measurement INstruments’) de inhoudsvaliditeit van de
Patient Dignity Inventory onderzocht. De meerderheid van de items van de Patient Dignity
Inventory werd als relevant beschouwd door mensen met een wilsverklaring. Echter bleek uit
de antwoorden op de open vraag dat het Patient Dignity Inventory niet het hele concept dekt.
Aspecten die gerelateerd zijn aan communicatie en aan zorg ontbraken in de Patient Dignity
Inventory. Deze studie heeft aangetoond dat de items van de Patient Dignity Inventory
behalve voor terminale kankerpatiénten ook relevant zijn voor een meer algemene populatie,
mensen met een wilsverklaring. Echter kan de Patient Dignity Inventory verbeterd worden
door items rond communicatie en zorg toe te voegen.

Hoofdstuk 6 beschrijft een studie naar de mate waarin gezondheidstoestand van
invloed is op factoren die als belangrijk worden gezien voor het behouden van persoonlijke
waardigheid aan het levenseinde en de mate van associatiec met sociaal demografische
kenmerken. Ook de gegevens voor deze studie zijn verzameld binnen de wilsverklaringen
cohortstudie, echter is er in deze studie alleen gebruik gemaakt van het deel van het cohort
dat de Patiént Dignity Inventory ingevuld heeft (n=2282). Op basis van zelf gerapporteerde
ziekte of aandoening en een EQ-5D score werd de studiepopulatie verdeeld in drie groepen
met een verschillende gezondheidsstatus: goed, gemiddeld en slecht. Voor ieder item van
de Patient Dignity Inventory werd voor de groep met een goede, gemiddelde en slechte
gezondheidstoestand berekend welk percentage van elke groep dacht dat het item van invloed
zou zijn op zijn/haar gevoel van persoonlijke waardigheid aan het levenseinde. Met logistische
regressieanalyses werd onderzocht of er een associatie bestond tussen sociaal demografische
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factoren en het belangrijk vinden van de items van de Patient Dignity Inventory voor
persoonlijke waardigheid. Het percentage dat aangaf een item belangrijk te vinden voor
het behoud van persoonlijke waardigheid aan het levenseinde bleek voor alle items niet
significant verschillend over de gezondheidsgroepen, behalve voor drie items uit het fysieke
domein gerelateerd aan symptomen, rollen en routines. Deze items werden significant vaker
als belangrijk voor het gevoel van persoonlijke waardigheid beschouwd door mensen met een
slechte gezondheidstoestand. Geslacht, leeftijd, een partner en het hebben van een geloof
dat als belangrijk werd beschouwd bleken geassocieerd met de mate waarin mensen denken
dat bepaalde factoren van invloed zijn op het gevoel van waardigheid aan het levenseinde.
Gezondheidstoestand lijkt alleen van invloed te zijn op hoe men denkt over fysieke factoren
welke belangrijk zouden kunnen zijn voor het behoud van persoonlijke waardigheid aan
het levenseinde. Deze bevindingen doen denken dat het idee over waardigheid van mensen
met een wilsverklaring weinig verandert wanneer de gezondheidstoestand verandert en zou
kunnen pleiten voor het vroegtijdig bespreekbaar maken van wensen ten aanzien van de zorg
rondom het levenseinde.

Hoofdstuk 7 beschrijft hoe twee groepen zorgverleners betrokken bij de zorg voor
terminale patiénten persoonlijke waardigheid aan het levenseinde beschouwen en welke
factoren zij zien als problematisch voor het behoud van waardigheid in de praktijk. Twee
groepen zorgverleners werd gevraagd de Patient Dignity Inventory in te vullen: getrainde
vrijwilligers (n=236) en SCEN (Steun en Consultatie bij Euthanasie) artsen (n=427).
Beide groepen werd gevraagd in hoeverre zij de items van de Patient Dignity Invenotry van
invloed vonden op de persoonlijke waardigheid van terminale patiénten en in hoeverre deze
items in de praktijk problematisch zijn voor het behouden van een gevoel van persoonlijke
waardigheid. In vergelijking met SCEN-artsen vonden vrijwilligers vaker dat de items van de
Patient Dignity Inventory van invloed zijn op waardigheid en in de praktijk problematisch
voor het behouden van waardigheid. SCEN-artsen gaven het vaakst aan dat fysieke aspecten
van lijden van invloed zijn op het gevoel van waardigheid en in de prakijk als problematisch
voor het behouden van waardigheid. Vrijwilligers gaven het meest vaak aan dat psychosociale
aspecten van invloed zijn op het behoud van waardigheid aan het levenseinde. Deze studie
lijkt te laten zien dat de rol en verantwoordelijkheden van zorgverleners betrokken bij
de zorg voor ernstig zieke patiénten invloed heeft op het belang dat zij toekennen aan
bepaalde factoren die belangrijk zouden kunnen zijn voor het behouden van een gevoel van
persoonlijke waardigheid aan het levenseinde.

In hoofdstuk 8 worden de belangrijkste bevindingen en de interpretatie van deze
bevindingen besproken. Het gebruik van meer eenduidige en gestandaardiseerde concepten
en uitkomstmaten is belangrijk voor het doen van onderzocek in de palliatieve zorg. Goede en
betrouwbare meetinstrumenten ontwikkeld en getest in settings waar patiénten palliatieve
zorg ontvangen zijn buitengewoon belangrijk om goed onderzoek te kunnen doen. Om de
palliatieve zorg te verbeteren en onderzoek naar palliatieve zorg verder te ontwikkelen zou
het gebruik van gevalideerde vragenlijsten voor het meten van belangrijke uitkomstmaten
in de palliatieve zorg, zoals kwaliteit van leven en waardigheid, gestimuleerd moeten
worden. Voor het coordineren van klinimetrisch onderzoek en instrumentontwikkeling
is internationale afstemming nodig. De European Association for Palliative Care (EAPC)
zou via haar onderzoeksnetwerk samenwerking, ontwikkeling en gebruik van instrumenten

kunnen stimuleren en ondersteunen. Ook nationale organisaties zouden zich bij deze en/
of dergelijke organisaties aan moeten sluiten om zo bij te dragen aan het implementeren
van gestandaardiseerde concepten en uitkomstmaten en het gebruik van betrouwbare
meetinstrumenten. Onderzoek uit verschillende landen wordt hierdoor meer vergelijkbaar.

Onderzoek is bijzonder belangrijk om de palliatieve zorg te kunnen evalueren en
om aanbevelingen te kunnen doen ter verbetering van de zorg voor patiénten zonder
curatieve behandelingmogelijkheden. Verder onderzoek in dit veld zou zich behalve op
kankerpatiénten meer moeten focussen op niet-kankerpatiénten en palliatieve zorg voor
patiénten in langdurige zorginstellingen. Kwaliteit van leven en persoonlijke waardigheid
kunnen worden beschouwd als belangrijke en waardevolle uitkomstmaten in onderzoek naar
palliatieve zorg.
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