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l. Introduction

Patient self-report enables researchers to capture information only accessible to patients and may
contribute to the measurement of therapeutic intervention effects (Frank et al., 2011). However, concerns
about insight and the ability to complete standardized questions limit acceptance of patient self-report
from people with dementia in intervention trials.

Based on eight key informant interviews supplemented by a targeted review of the published literature,
this report provides background information for the five research questions to be discussed during
Session 3 of the Dementia Methods Pre-Summit.

1. What is the value of direct self-report by people with dementia?

2. What is known about the strengths and limitations of self-report by people with
dementia?

3. For what domains are caregiver or clinician reports preferable and why?

4. How can technology expand collection of information directly from people with
dementia?

5. What are best practices in obtaining consent for participation of people with dementia
as research subjects?

The interviewed key informants hold a variety of leadership positions in such diverse organizations as
regulatory agencies, academic medical centers, and service, research, and advocacy non-profits, and
represent the stakeholder communities of researchers, clinicians, quality measurement experts, and
PCORnet affiliates.

Il. Findings from Key Informant Interviews
Value of Direct Self-Report by People with Dementia

When asked generally about the value of self-report by people with dementia, four of eight key
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informants spontaneously sought to clarify the interviewer use of the term “people with dementia”
noting that there are multiple forms of dementia and people are at different stages of disease
progression. The key informants identified three factors critical to determining value of self-report by
people with dementia: (1) individual differences before diagnosis or illness; (2) heterogeneity in dementia
types; and (3) temporal changes due to disease progression. These factors should be considered as
context across the individual sections below.

Unique and essential information. Key informants emphasized that only the individual can report on his
or her subjective and lived experience. As explained by one researcher, “...self-reports [from people with
dementia] are absolutely the same as self-reports from anyone with any type of disease and condition.
When you want to understand the experience of having that disease or condition (whatever it might be),
it is essential to really understand the perspective of the person with the illness.”

Respect. One researcher key informant called out that “an organizing principle for all research” should
be “respect for persons as participants, including persons with dementia who have the ability to
communicate and share.” Similarly, when asked about the value of self-report by people with dementia,
another researcher explained that “it helps engage the person in the research process which is pretty
important. It personifies instead of objectifying the person, which is a major hazard in dementia
research.”

Patient input on self-report measures. Many key informants found that people with dementia can
inform:

* the research questions that should be asked based on patient-expressed interests and
concerns

* how the questions can be asked in the language patients use and understand when
reporting on their experiences in clinical settings

Partners rather than subjects. Some key informants suggested including people with mild-to-moderate
cognitive impairment as research advisory group members or part of focus group discussions to inform
the development of research questions. This topic is addressed specifically in Session 1 of the Pre-
Summit.

Limitations of Self-Report and Challenges with Collecting Data

Overall, key informants most often mentioned the inability to speak and lack of insight as limiting factors
for collection and use of self-report.

Heterogeneity in capacity. Key informants pointed to two main areas in which people with dementia
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change in their capacity to self-report as their disease progresses: their ability to understand the
questions being asked, and their ability to communicate their responses to questions. While increased
severity of disease can affect one or both of these, key informants continued to emphasize the individual
variability in people with dementia and their change in capacity for self-report.

How to ask. Key informants reflected on the challenge of asking people who have cognitive impairment
how they experience that impairment.

No guideposts for accepting self-report. All key informants noted that disease progression (severity

of disease), and expression of disease (e.g. changes in behavior, memory, and insight) affect a person
with dementia’s ability to participate in self-reported assessment. These factors, among others, make it
difficult to generalize about the stage at which people with dementia can provide valid and reliable self-
report. Several key informants commented generally that they encountered difficulties obtaining self-
report from people with dementia whose disease progression had reached a stage that affected their
expressive communication ability.

Disease expression, individual characteristic, or comorbidity? Key informants identified a need to
distinguish between symptoms of the disease and premorbid characteristics of the individual (e.g., has
the person always avoided health care? Always been non-communicative about health issues?).

Ad hoc rather than systematic assessment. One researcher informant perceived that clinical care may
offer more opportunity to incorporate viewpoints of people with dementia than is found in research
because clinical practice does not demand generalizing to a broader population. Research requires a
more systematic approach to identifying who has adequate mental capacity to provide reliable self-report
and domains to which they can contribute.

Overcoming challenges to acceptance of self-report. Of three key informants asked about their
experience with clinician and researcher resistance to self-report, two noted that resistance has
diminished over the past several years and the third reported not having experienced the issue.

One suggested that to manage resistance “[we could] start from a commitment that we're going

to incorporate the viewpoints of the person who is affected by the condition...designing research
procedures [to accommodate them...and developing] a systematic way of making a decision, criteria to
screen [that would give] people some level of comfort, with structure, support and clarity.”

Efficiency and insight. Key informants identified other factors influencing whether self-report is sought
from people with dementia, such as the additional time required to communicate with a person with
dementia when a caregiver is available for more “efficient” information gathering. They also shared
concerns about how a person with dementia’s lack of insight can affect the accuracy of their self-report in
ways that could lead to negative outcomes (e.g., reporting that they are preparing all of their meals when
they are not eating and their refrigerator is empty).
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Domains for Self-Report

Subjective experiences and outcomes. Most key informants emphasized the importance of obtaining
people with dementia’s self-report on subjective outcomes, indicating other ways data on more objective
outcomes might be gathered (i.e., observation, assessment instruments). One key informant identified
the specific need to correct the error of applying what is known about the early impairment of factual
reporting that occurs for people with Alzheimer’s to other forms of dementia. This key informant
emphasized the importance of recognizing that some people with dementia are able to provide accurate
self-reports on objective outcomes.

Functional status and ADL. One key informant noted that people with dementia should respond about
their abilities to help understand cognitive decline. Some key informants stated that informant [proxy]
report was considered appropriate, valid, and reliable for domains like functional status.

Ability tests for self-report. Several key informants deemed cognitive tests inadequate for assessing
a person with dementia’s ability to self-report—especially on experiences that are not related to
their memory but instead concern their subjective experience. One researcher specified the need for
systematic research to test tools for determining if a person can self-report.

Augmenting data collection. Given concerns raised about the accuracy of both self-report and informant
report, and the complex array of factors that influence them, several key informants discussed the
importance of employing or developing a variety of strategies and tools to either triangulate data points,
or facilitate and improve reporting quality. Among the examples provided were training informants about
how to report, clarifying that their role is not to provide their own perspective, but rather to answer

on behalf of the individual; ensuring the informant's capacity to report is not impaired; investigating
relationships between data from people with dementia, informants and biomarkers, MRI scans and
other approaches; training researchers and clinicians in best practices for communicating with people
with dementia; conducting more research into more objective ways to measure outcomes, including the
development of more user-friendly (e.g., actigraphy) and more accurate (e.g., pedometers) technology;
and researching non-verbally communicated self-reports (e.g., facial expressions and behaviors) from
people with dementia.

Best Practices in Obtaining Informed Consent

Several key informants opposed cognitive screening tests being used to exclude any person with
dementia from participation in a research study, and yet capacity to understand was important to
informed consent. One respondent suggested an article—in which the author noted that half of 434
research articles reviewed used the Mini Mental State Examination (MMSE) to determine capacity to
participate in studies, and more importantly, the review suggests a pattern of frequent, unexplained and
sometimes not acknowledged exclusion of people with dementia (Taylor et al., 2012).
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Three key informants spontaneously suggested not using the standard IRB form or process. Their
suggested solutions to IRB challenges and to consenting people with dementia included:

* Modifying the language in a step-wise fashion while reviewing it with people with
dementia (adaptive consent). Researchers would essentially apply best practices in
communication to the consent process, asking for example, “Tell me, what are we going
to do?".

* Asking a series of questions: “Are you here for a birthday party?” “Are you here for
research?” - to demonstrate they understand they are participating in research.

* Designating an informant for a time when the person with dementia is no longer able to
consent (e.g., applying an advanced directive model/approach to research consent). This
would be especially important for longitudinal research as the disease progresses and
ability to consent changes.

* Requiring participation of a legal representative of the person with dementia in the
consent process for higher risk research and for patients in later stages of disease
progression.

* Re-consenting people with dementia throughout the study when it comprises
longitudinal research—although one person noted that this approach would be too time
consuming and suggested evaluating capacity instead.

Use of Technology for Data Collection

Across the interviews, key informants expressed interest in this topic area but had limited direct
experience. One key informant has used ActiGraph to study sleep activity level, and pedometers—finding
the latter more useful as a motivational tool than an outcome measure, due to measurement variability.
Also this key informant indicated one important challenge with the use of technology can be the need for
a caregiver to oversee its use—especially if it is complicated or confusing (including some pedometers).

11l. Key Points from the Literature

Lack of congruity between patient and caregiver report on subjective measures. Studies have
found low correlation between self-report and caregiver ratings (Beer et al., 2010; Andrieu et al., 2016).
Beer found that family and staff rated QOL scores seven points lower than self-ratings, and supported
the validity of the self-ratings by the association of pain and restraint use with lower scores. Andrieu
reported “For total QOL-AD scores, 50% of caregivers underestimated patient QOL compared with self-
ratings, whereas 12% of caregivers overestimated patient QOL, and 38% agreed with patient ratings
(Andrieu et al., 2016, p429).
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Caregiver depression, burden and disease progression influence proxy reporting. Informant
report accuracy may also be influenced by factors such as caregiver (or other informant) experience of
depression (Bowling et al., 2015; Frank et al., 2011); caregiver burden or health; and disease progression
in the person with dementia—all of which increase the likelihood of an inverse relationship between
patient and caregiver report (Frank et al., 2011).

Conceptual framework for patient self-report is lacking. Bowling and colleagues examined multiple
measures of quality of life for dementia patients, finding that few were based on rigorous conceptual
frameworks and most were based on expert opinion rather than with input from the dementia
population.

Tools such as memory aids may help. Rubright and colleagues studied the use of MacArthur
Competence Assessment Tool for Clinical Research (MacCAT-CR) alone or with a memory and
organizational aid, a one page summary of the informed consent information. Those that used the
memory and organizational aid were more likely to be judged competent and had higher MacCAT-CR
scores. In other words, it addressed patients’ deficits in memory and attention.

IV. Priority Issues in Methods

Conceptual frameworks. Some key informants called for better conceptual frameworks for measures,
as one noted, “We don't have an appropriate conceptual framework for QOL [quality of life] and we need
the conceptual framework to help organize future research.”

Longitudinal research. Several key informants had conducted--or emphasized the high value

of conducting--longitudinal studies with people with dementia. Key reasons given for prioritizing
longitudinal research were to: (1) answer the research question, “What is the normal course of aging” by
evaluating a large population cohort over time; and (2) overcome the limitation of cross-sectional study
designs, which do not capture individual variability in insight and other individual characteristics. For
example, longitudinal studies would allow investigators to distinguish between impaired insight that is
a function of disease progression from individuals with limited insight before disease onset, or at the
earliest stages.

Informant vs self-report. Many key informants identified the need to compare and balance informant
reports and what people with dementia report. Key informants expressed reservations and concerns
about how the impact of dementia on caregivers’ experiences affects their ability to accurately report

on behalf of people with dementia. In addition, the nature, length, and intensity of the relationship
between the informant and the person with dementia should be considered when assessing the value of
informant report.

Multiple key informants called for research on ways to objectively measure outcomes without relying
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on informants as the primary source of data. To meet this need, key informants suggested advancing
research on assessing insight in people with dementia, especially as disease progresses through later
stages of illness. One key informant suggested future work could build on her previous research
comparing patient and caregiver ratings of decline in memory over time based on the Informant
Questionnaire on Cognitive Decline in the Elderly (IQ-CODE). This key informant also suggested some
approaches to real-time self-assessment of the insight of people with dementia into their own memory
loss. This involves a series of brief memory tests. Before administering the tests, individuals are asked
how well they think they are going to perform on the test. After the test is completed, they are asked how
well they think they performed on the test. This awareness of their own deficits in real-time could be of
use, and would build on the key informants past work, as well as more current studies in this area.

Enhancing self-report by obtaining non-verbal information. Some key informants suggested
investigating whether post-verbal people with dementia can provide valid and reliable (elicited v.
spontaneous) self-report using nonverbal methods (facial expressions and behaviors). If so, it would
allow them to report on more domains and at later stages of disease progression. Similarly, there was
strong interest in developing methodological strategies to facilitate self-report by people with dementia.
Some suggested visual materials (e.g., modeled after the pain scale) as possible facilitators to study.

Understand the need from the patient perspective. Throughout the interview, one clinician key
informant emphasized the importance of addressing QOL concepts and measurement issues to help with
developing a coherent conceptual framework for discussing, understanding and developing programs of
research that better align with people with dementia’s ability to answer different questions about their
experience.
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Appendix I: Methods

Key Informant Interviews

The Dementia Methods Pre-Summit Steering Committee prospectively identified a set of eight key
informants representing a variety of stakeholder communities and organization or institution types and
initiated contact. The group of informants interviewed represented the communities of: clinical practice
(2); academia/research (4); regulatory authority (1) and quality measurement (1).

AIR contacted all eight identified key informants and all agreed to participate. Using a protocol developed
collaboratively between PCORI and AIR, AIR conducted thirty-minute, semi-structured interviews with
each informant.

Prior to scheduled interviews, AIR developed profiles of key informants’ research backgrounds and
areas of expertise to focus the brief interviews on those topics that would leverage their knowledge and
research experience. Following each interview, the interviewer and note taker discussed the individual's
unique comments and perspectives and added these comments to the set of themes emerging across
interviews.

Interview questions were pre-coded to the five research questions identified for Session 3 of the Pre-
summit as shown in Table 1. Two questions were coded as a single item given content overlap (question
1 around value and question 2 about strengths and limitations). After reviewing notes from each
interview and categorizing content by the research question, two investigators open-coded the data,
independently reading and developing themes and patterns for each question.
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Table 1. Research Questions

Agenda Questions Structured Interview Guide Questions

1.What is the value of di- Have you conducted or reviewed research involving individuals with de-
rect self-report by people [ mentia who self-report on experiences or outcomes?
with dementia?

What do you view as the value of self-report by people with dementia, in
research studies?

What are the challenges or limitations of self-report by people with de-
2.What is known about the | mentia?

strengths and limitations
of self-report by people
with dementia? Overall, how would you summarize the value of direct self-report by peo-
ple with dementia in dementia research?

What are the different considerations for research relative to clinical care,
in terms of collecting information directly from people with dementia?

In your research, have you experienced resistance by researchers, cli-
nicians, or care facilities, to asking people with dementia to self-report
about their experiences?

What kind of resistance? How have you overcome that?

As you know “engagement” of non-scientists in research is increasing, and
such engagement in research is a requirement for research funding from
some funders. How can people with dementia be directly involved, as
research partners rather than research subjects, in research on interven-
tions intended to benefit them?

What are some facilitators of this involvement, as a research partner or
consultant, not as research subject?

What are some barriers to this direct involvement as a partner or consul-
tant?

What role might caregivers and clinicians have in facilitating engagement
in research by people with dementia?

3.For what domains are In your view what are the critical areas for which additional research is
caregiver or clinician needed in order to accept any self-report from people with dementia?
reports preferable and
why?
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Agenda Questions

Structured Interview Guide Questions

4.How can technology
expand collection of
information directly from
people with dementia?

What are your experiences with different technologies for data collection?

How can technology expand collection of information directly from peo-
ple with dementia?

Are there specific types of technology you would recommend for specific
circumstances? Which ones and when?

5.What are best practices
in obtaining consent for
participation of people
with dementia as re-
search subjects?

We are interested in best practices in obtaining informed consent with
people with dementia. What are your experiences with obtaining consent
in this population?

What would you identify as best practices in obtaining consent for partici-
pation as research subjects in this population?

What are the best ways to assess a person’s capacity to self-report?

How should changes in capacity to provide informed consent be assessed
in longitudinal studies? (How frequently should capacity be assessed?)

6.Concluding Questions

When you think about research on care and services for people with de-
mentia and their caregivers what are the top areas to focus on?

How should funding agencies prioritize among the potential research
needs?

For example, is further research needed on obtaining informed consent
from people with dementia?

What additional research is needed to understand incorporation of new
technology in patient self-report in dementia?

What are research needs for understanding the capacity to self-report?

What information is needed on effective and meaningful engagement of
people with dementia in research, as research partners? How would you
prioritize the top research needs?

In qualitative research, the goal is to present the depth and breadth of findings based on themes.’
Quantification of respondents is provided here as general guidance for extent to which a theme was

evident in this small sample.

1 Denzin, N., & Lincoln, Y. (Eds.). (2011). Handbook of qualitative research (4th ed.). Thousand Oaks, CA: Sage.
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Literature Review

The AIR team conducted an abbreviated review of literature related to the five research questions.

We used key terms? to identify an initial set of peer-reviewed articles. From the initial set we identified
additional articles by scanning the references (snowballing approach). Given the breadth and depth
dementia research, we limited our articles to those published in the past 15 years and used two
additional filtering criteria to prioritize our article section. The first is the number of citations to date?
and the second is the journal impact factor. We scanned abstracts of candidate articles to further assess
relevance and conducted in-depth review of the full texts of 17 articles. Below we provide an annotated
bibliography of ten articles that influenced the report.

2 These key terms are: (“dementia” or “Alzheimer”), (“patient report” or patient-reported or self-report” or “proxy report” or PRO or PROM)/"con-
sent”/"technology”.

3 Note, the number of citations is affected by how recently the article has been published.
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