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Young adult and parent stakeholder
perspectives on participation in patient-
centered comparative effectiveness
research

Aim: Explore perspectives of adolescentand young adult (AYA) and parentstakeholders
regarding their engagement in comparative effectiveness research (CER) evaluating
cholesterol screening and treatment strategies for 17-21 year olds. Methods: All nine
AYAs and parent stakeholders participating in a 20-member panel of AYAs, parents
and professionals (i.e., clinicians, researchers, policy makers, payers), completed a
quantitative survey and a semistructured interview at the completion of the core
CER study. Results & Conclusion: AYAs and parents stakeholders emphasized the
role of power differentials regarding shared knowledge, relationships and trust, and
logistics. To mitigate power differentials, stakeholders recommended more materials,
clearer definition of roles and in-person meetings. Perceived positive outcomes
included diversity of perspectives provided, better understanding their own health

and decision-making and improving CER.
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Stakeholder engagement (SE) in patient-
centered comparative effectiveness research
(CER) is endorsed by the Agency for Health-
care Research and Quality (AHRQ), the
Patient-Centered Outcomes Research Insti-
tute (PCORI), and the Institute of Medi-
cine [1-3]. Recent perspectives on SE in CER
call for the inclusion of a variety of stake-
holder groups, ranging from patients to cli-
nicians, employers, insurers, manufacturers
and policymakers, who serve in an advisory
or investigator capacity in CER [4-¢]. Com-
pelling arguments have been made for the
specific inclusion of patient voices to improve
the relevance of research questions, identify
patient-centered outcomes, enhance the feasi-
bility of recruitment and completion of study
protocols, and facilitate the dissemination
and adoption of findings [7.].

While the inclusion of patients in CER
holds strong conceptual appeal, there is a lim-

ited literature on the firsthand experiences of
patients as stakeholders and examples of how
to facilitate meaningful patient engagement,
particularly when patients are one of a num-
ber of stakeholder groups participating in
CER. Attention to power differentials is par-
ticularly critical when patients serve as stake-
holder participants in conjunction with indi-
viduals who may be viewed to hold higher
authoritative positions in society due to their
professional roles (e.g., clinicians, adminis-
trators, researchers, policymakers) and who
bring a different knowledge base to an iden-
tified clinical area in a CER study compared
with patients’ experiential knowledge.

These power differentials are even more
charged for adolescents and young adults
(AYAs) who face the added challenge of navi-
gating AYA—adult relationships with represen-
tatives from other stakeholder groups, within
the context of serving as a patient voice in the
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research process. Adolescence and young adulthood is
characterized by multiple developmental transitions to
independence. Life-stage transitions often include high
school to college or workforce, dependent to independent
living and frequent relocation [9]. The primary decision-
maker for many life choices shifts from other author-
ity figures (e.g., teachers, coaches) to more autonomous
decision-making. Clinically, the ages of 17-21 years
are a time of transitioning from pediatric- to adule-
based care and from parent-driven visits to autonomous
healthcare patterns. Parents may or may not continue to
exert a substantial role in an AYA’s healthcare, particu-
larly with the extension of health insurance coverage to
dependents through the age of 26 years [10].

In this paper, we report the results of an evaluation
exploring AYA and parent perspectives on the patient
engagement processes over the course of a 2 years,
PCORI-funded core study examining the comparative
effectiveness of cholesterol screening and treatment
strategies for 17-21 year olds. The core study, titled
HEARYA, employed two inter-related research aims:
semistructured interviews with 72 AYAs and parents
of AYAs to characterize decision-making regarding
cholesterol screening and treatment at the individual
patient level, and creation of a decision-analytic model
to quantify the trade-offs of different cholesterol
screening and treatment strategies at the population
level. To inform these research activities, a stakeholder
panel including AYAs, parents of AYAs and profession-
als (i.e., clinicians, researchers, policy makers and pay-
ers) was convened to enhance feasibility and relevance
by advising on select methodological questions, out-
comes and decision-analytic model inputs and improve
the dissemination of findings.

The purpose of our stakeholder evaluation was
to explore the experiences of AYAs and parent panel
members regarding their roles as patient stakeholders
in the core study, challenges they encountered and rec-
ommendations for patient engagement, with the goal
of illuminating best practices in engaging AYAs and
parents as patient stakeholders for future CER (see
Figure 1). To address power differentials and engage
AYA and parent stakeholders in our core study, we
drew on community-based participatory research
(CBPR) frameworks for addressing issues of knowl-
edge and power differentials in conducting research
that engages community members [11,12].

Methods

Description of the HEARYA stakeholder
advisory panel

Stakeholder recruitment

To recruit stakeholders for the core HEARYA study,
we employed AHRQ’s definition of stakeholders: “per-
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sons or groups that have a vested interest in the clini-
cal decision and the evidence that supports that deci-
sion” [13]. A 20-person stakeholder panel was convened
to inform the research methods, inputs, analysis and
dissemination for the overall study.

The panel comprised six AYAs, three parents and
eleven clinician, researcher, policymaker, payer (here-
after ‘professional’) stakeholders. Stakeholders were
recruited through affiliation with two academic medi-
cal centers in Boston, MA and the professional and
personal networks of research team members. The
AYAs and parents were purposely selected to represent
one of three clinical groups of interest in the HEARYA
study: patients diagnosed with familial hypercholester-
olemia (FH), patients with cardiovascular risk due to
another chronic illness (e.g., obesity) and patients with
no known cardiovascular risks (e.g., general popula-
tion). We deliberately sought out socioeconomic and
racial/ethnic diversity where possible across the patient
members of the panel.

Stakeholder approach

Prior to engaging the stakeholder panels members, we
articulated an approach based on the CBPR literature
to inform our SE activities and address possible power
differentials; specifically, we identified three mecha-
nisms in the CBPR literature: build shared knowl-
edge through research training, recognize and address
power differentials by prioritizing relationships and
trust and address logistics of stakeholder engagement
through careful consideration of stakeholder meetings,
communication and access [14.15]. A priori we identi-
fied these challenges and developed a framework with
specific strategies to mitigate power differentials prior
to the core study’s inception (see Figure 2).

Stakeholder meetings

The geographical spread of stakeholders across the
country and finite resources available through PCORI
funds led us to host only virtual meetings, drawing
on published resources on best practices in virtual
teams [16,17]. We hosted three separate, 90 min capacity
building sessions at the study outset for the AYAs and
parents, and one 90-min session for the professional
group that addressed both the content of the study and
mechanisms for addressing power differentials. Sub-
sequent meetings included all panel members based
on recommendations arising from early PCORI stud-
ies [7]. Each of the 18 regularly scheduled stakeholder
meetings were held as webinars consisting of a confer-
ence call; shared materials (e.g., information sheets,
articles, slides) were provided prior to the meeting.
Meetings were predominantly facilitated by core-study
Principal Investigators (SD de Ferranti, LK Leslie).
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HEARYA: core CER study on cholesterol screening strategies for 17—21 year olds

Aim 1: 72 semi-structured interviews
Aim 2: decision-analytic model

Provided Input
20-member HEARYA stakeholder advisory panel
r S
Parents Professionals

| n=3 | n=11
] Il
! Directly !
| participated |
| Patient stakeholder evaluation: |

Explore AYA and parent experiences
| from core study |

Aim 1: quantitative survey
| Aim 2: semi-structured interviews |
L - - - - _— __

Figure 1. Adolescent and young adult and parent stakeholders directly participated in the Patient Stakeholder
Evaluation while all 20 members of the Stakeholder Panel provided input to the core HEARYA study.
AYA: Adolescent and young adult; CER: Comparative effectiveness research.

Patient stakeholder evaluation

Sample

All AYA (n = 6) and parent (n = 3) stakeholders were
invited to complete a brief quantitative survey and
follow-up semistructured phone interviews in months
22-23 of the core study; 100% (n = 9) participated.

Instruments

For this evaluation, we employed both a quantitative
survey and semistructured interviews sequentially.
The survey aimed to facilitate quantification of core
goals for the SE process while the qualitative interviews
facilitated an in-depth understanding of their experi-
ences, preferences and values. The survey assessed
stakeholder comfort level with the SE process, per-
ceived contribution and impact to the core study using
five-point Likert scales (strongly agree to strongly
disagree). Semistructured interviews with stakehold-
ers were subsequently conducted over the phone by a
member of the research team, audio recorded, profes-
sionally transcribed and routinely assessed for quality
assurance. The research team member who conducted
all nine interviews (T Saunders) had interaction with
the stakeholders primarily around scheduling meet-

ings over the course of the core study. As part of the
consent process, stakeholders were reminded that
their responses would be de-identified and aggre-
gated at the stakeholder group level (i.e., AYA, par-
ent). The interview was designed to reflect PCORI
engagement principles as articulated in the published
rubric (18], but also to elicit emergent themes regard-
ing SE in CER [19]. Domains of the interview guide
included: overall experience, process of engagement,
research topics and methods, logistics of engagement
and impact and outcomes.

Analysis

The frequency of responses was calculated from the
quantitative survey results. A codebook for all qualita-
tive data were iteratively developed through rigorous
group discussion and included both a priori themes
based on PCORI principles and emergent themes
from the interviews. Transcripts were analyzed using
a ‘coding consensus, co-occurrence and comparison’
approach, in which codebook domains are derived
from the data and then illustrated by characteristic
examples [20]. Two research team members who had
not actively participated in the stakeholder meet-
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Figure 2. Framework to address power differentials among stakeholders.
AYA: Adolescent and young adult; CER: Comparative effectiveness research; PI: Principal Investigator.

ings (T Saunders, S Shah) independently coded each
interview and resolved any discrepancies by consen-
sus as our goal was agreement rather than measures of
inter-rater reliability [21]. Oversight was provided by a
trained qualitative researcher (T Mackie). To reflect
the heterogeneity of patient experiences, themes were
included based on responses provided by any patient.
To capture the breadth of experience and preferences
among the panel, we report on all coded data without
setting criteria for the number of times a particular
theme was mentioned [22]. Once coded in hard copy
and reconciled, researchers coded and subsequently
collated and compared thematic areas in DeDoose®,
a mixed methods software program. All AYA and
parent stakeholders were provided the opportunity
to review this manuscript. The patient stakeholder
perspectives study was approved by the Tufts Health
Sciences Institutional Review Board.

Results

Stakeholder demographics

Occupations of AYA and parent stakeholders at study
inception included high school, college or graduate
student or working full time. Three AYAs had prior
research experience, including two who had served on
a research advisory panel for the Division of Adolescent
Medicine at Boston Children’s Hospital [23]. All parents
had prior research experience, one as a research subject,
one through professional activities and one had been a
member of an established stakeholder panel (see Table 1).
Each AYA and parent stakeholder self-identified with
one of the three clinical groups of interest.

Stakeholder roles

Both AYAs and parents endorsed their role as provid-
ing a voice for the larger population they represented,
engaging as part of a team, and working among a
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diverse group of stakeholders as unique roles. Illustra-
tive of the value placed on being part of a team that
engages a diverse set of stakeholder perspectives, one
AYA stated: “I think being a stakeholder is part of
being a team...the position’s there to provide perspec-
tive and to be able to give ideas or opinions on a specific
topic. And I think that like it’s a big important part of a
study to have like a variety of different ages, or people,
or personalities.”

One parent articulated an additional theme of giv-
ing back as part of stakeholder engagement: “So from
my (child’s) medical experience, I really do like the
opportunity to feel like 'm giving back a little bit to
the medical community.”

All stakeholders emphasized that involving a diverse
set of stakeholders with varied backgrounds, experi-
ences and perspectives was positive for the research
team and the quality of the research conducted. They
also described a mutual respect for the expertise of the
different stakeholder panel members.

AYA & parental expertise
All AYAs recognized their lived experience as the
source of greatest expertise that they brought to the
core research study. The three AYAs with FH or other
cardiovascular risk factors cited the specific experi-
ences of living with their respective health conditions,
including previous experiences interacting with par-
ents and clinicians making medical decisions. One
AYA commented that his expertise included: “Just
knowing like what personal decisions I would make in
my medical treatments and how to involve my parents
and that kind of thing because I'm at that age.”

The AYAs freely acknowledged having limited to no
medical expertise, deferring to the professional stake-

holder panel members. One AYA felt that her lack of

adolescence to young adults, it’s the parents who have
done the initial legwork with making the medical deci-
sions, and so their emotional experience I think, has a
lot of weight.”

Power differentials: challenges &
recommendations

All AYAs and two parents endorsed the power dif-
ferentials of the stakeholder meetings as a challenge
to participation on the surveys. Power differentials
existed due to imbalances in expertise/profession and
societal stature. First, both AYAs and parents reported
feeling initially ‘intimidated’ by the ‘really high level
of expertise’ of the professional stakeholders. Imbal-
ances in expertise were not identified in meetings only
involving the patient stakeholders, suggesting the pres-
ence of the professional stakeholders accentuated this
dynamic. Second, several AYAs described some insecu-
rity when disagreeing with a parent’s perspective given
the parent’s inherent ‘authority.” AYAs experienced this
dynamic even though none of the AYAs and parents
were related. Stakeholders recognized the value of
activities the research team implemented to mitigate
power differentials but identified persistent challenges.
We discuss these challenges and the corresponding
stakeholder-identified recommendations by the three
identified drivers to address power differentials: build-
ing shared knowledge, building relationships and
acquiring trust and logistics (see Table 2).

Building shared knowledge
Despite efforts made to build shared knowledge by the
research team, two challenges were identified. From

Table 1. Stakeholder characteristics (n = 9).

clinical knowledge actually helped her better represent Characteristics AYAs (n =6) Parents (n=3)
all AYAs: “I don’t have high cholesterol in my family. |Female 4 3
I've never been asked that my doctors test my choles- | Age range (years) 17-25 50-55
terol. SO it was never like even a thO}lght that cross'ed Race/ethnicity:
my mind. So just the lack of information, and I feel like b < Awhit : 0
that might be similar to a lot of young adults as well” |~ "'*Panicwnite
Parents similarly rejected possessing medical exper- |~ Hispanic/black 2 0
tise, noting their expertise came from their experiences |- Non-Hispanic/black 1 0
in personal and familial decision-making. All parents | _ Non-Hispanic/white 1 2
reference.d experiences 1'n.mak1ng 4ec1519ns pertinent | Non-Hispanic/white/Asian 1 0
to a specific health condition for their child; for exam- ) o
ple, the parent of a child with FH described educating |~ Non-Hispanic/Asian 0 !
and advocating for her son for over 20 years. Parents | ldentification with clinical group of interest:
also voiced drawing on their experiences in helping |- Familial hypercholesterolemia 1 1
the%r chilcken make dec'isio'ns within the context of |_ 5ther cardiovascular risk factor 2 1
their transition from pediatric- to adult-based care and . .
. . . . .. . - No known cardiovascular risks 3 1
gaining autonomy in their decision-making. As one
mother stated: “...especially with the transition from ~[AYA*Adolescent and young adult
fsg www.futuremedicine.com 491
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the survey results, at least half of the AYAs found
vocabulary and acronyms around cholesterol, the clini-
cal focus of the core study and CER methods challeng-
ing and some of the research topics, especially regard-
ing decision modeling, were too complex. From the
interviews, AYAs expressed the challenge of processing
material shared prior to the meetings, then having to
form and articulate perspective on new information to
the other stakeholders.

Recommendations were commensurate with the
identified challenges. To promote capacity around
research and clinical understanding, AYAs suggested
continued reminders to professionals to decrease use
of complex terminology as well as more preparatory
materials prior to meetings, including an updated glos-
sary and ‘refresher’ materials sent out the week before
for the meeting to give stakeholders the opportunity to
review decisions from the previous meeting. Building
off of the initial stakeholder-specific meetings, both
AYAs and parents endorsed the idea of meeting in their
respective ‘small groups’ prior to the larger panel calls
to prepare for and present ideas to the ‘big group’ dur-
ing meetings. These meetings would establish a more
unified voice for their stakeholder group.

Building relationships & acquiring trust

Two challenges were raised from the interviews: clar-
ity regarding the role of the patient stakeholder and
discomfort with disclosure of personal and family
medical history without more trust between stake-
holders. For both AYAs and parents, challenges arose
when meetings involved the professional stakeholders
as the pace of the conversation often accelerated and
patient stakeholders were less clear on their role. Both
AYAs and parents also struggled with not having more
of a relationship with other stakeholders that would
facilitate their personal disclosures of their own health-
care experiences and decisions. AYAs and parents also
expressed discomfort with professional stakeholders
disclosing their own personal health decisions without
the opportunity to get to know them better.

To build relationships and establish trust, both stake-
holder groups suggested in-person meetings at least
once at the study outset but potentially as frequently as
monthly over the study duration. Proposed benefits of
an initial face-to-face meeting included more efficient
and enhanced collaboration and increased comfort
levels for disclosure.

Although video conferencing technologies were sug-
gested as a way to enhance the webinar experience, the
consensus was that in-person meetings had no substi-
tute. While most stakeholder acknowledged the fiscal
and time constraints of hosting in-person meetings, all
agreed the benefits would outweigh these costs.

Saunders, Mackie, Shah, Gooding, de Ferranti & Leslie

Last, during the interviews, patient stakeholders also
suggested ongoing clarification and refinement of their
respective roles. While roles had been discussed in the
initial meetings, AYAs and parents suggested revisit-
ing those roles over the course of the study. They also
suggested assigning topics or questions on which each
group could focus, raising their level of expertise in that
area and balancing the power dynamic with profes-
sionals. For example, a parent recommended that the
research team routinely pose specific questions to their
group, which would become their ‘area of expertise’ for
that meeting.

Logistics

All stakeholders took very seriously their responsibil-
ity to participate and went to significant efforts to stay
engaged. However, in both the survey and interviews,
AYAs and parents acknowledged scheduling meeting
times convenient to their schedule was a significant
challenge. The AYA and parent stakeholders routinely
requested evening and weekend times outside of the
school or work day as they were less in control over their
schedules. Medical issues also impacted participation;
one AYA shared he was either in the emergency room or
hospitalized multiple times when stakeholder meetings
were scheduled. Neither group had issues accessing the
needed technology, although parents described a learn-
ing curve with using Doodle for scheduling and webinars
for sharing information as a ‘generational thing.’

In addition, AYA stakeholders experienced several
significant transitions over the course of the study. Two
stakeholders graduated high school and college, start-
ing college and a full-time job, respectively. Another
AYA spent a college semester abroad and another relo-
cated across the country. These transitions presented
competing demands that impacted their engage-
ment in the research despite a willingness to continue
participation.

Recommendations primarily consisted of ongoing
attention to logistical issues.

Impact of patient engagement

The perception of patient impact emerged into two cat-
egories: personal, related to the stakeholder’s own beliefs,
practices and decision-making, and research, with regard
to the research study and patient population.

Personal impact

Both AYAs and parents reported enhanced under-
standing of medical knowledge (i.e., the impact of
cholesterol on health), healthcare decision-making,
and the research process in general. On the surveys,
five AYAs and all three parents agreed that being a
stakeholder changed how they think about their own
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health. In the interviews, AYAs described better under-
standing the effects of hyperlipidemia and the impor-
tance of maintaining a healthy lipid level, as one AYA
shared: “Yeah. But 'm more aware of the dangers of
high cholesterol and what it takes for someone to do
a screening for cholesterol. And I know I've had high
cholesterol for, throughout all my life. And I think I'm
more aware and more conscious of what I still need to
do to keep my cholesterol on the safe level.”

AYAs also commented that exposure to research
methodologies and results influenced their own medi-
cal decision-making and consideration of their and their
parents’ role in decision-making. All parents agreed that
being a stakeholder impacted how they thought about
health and made medical decisions as well as the impor-
tance of their children implementing a healthy lifestyle
and understanding the long-term effects of hyperlip-
idemia. Two parents described feeling ‘empowered’ by
the stakeholder engagement process; one stated: “as a
parent of a kid with FH, I felt pretty powerless over his
disease, and it’s just been a way for me to feel like I can
have some effect on the future of how other, you know,
what might come about for other kids in the future.”

Research impact

Most AYA and parent stakeholders endorsed that
their contributions as a stakeholder impacted how the
research was conducted. In particular, the inclusion
of AYAs was heavily endorsed; as one AYA summa-
rized, their inclusion was critical for “representing a
part of the population that doesn’t necessarily always
get talked to.” Two AYAs thought they could have had
a better impact with a more thorough grounding in
the topic and research methods. All parents perceived
their participation as improving the science and care of
AYAs with hyperlipidemia.

Discussion
This is one of the first studies to examine the engage-
ment of AYA and parent stakeholders in a CER study.
Our findings are consistent with existing work articu-
lating the roles for stakeholders in research, including
informing research questions, identifying patient-
centered outcomes, improving research processes and
facilitating dissemination of findings [24]. We expand
upon this work by capturing the unique perspectives of
AYA and parents following participation in a core CER
study, highlighting challenges and stakeholder-sug-
gested solutions unique to engaging patients, including
AYAs, as members of a multistakeholder panel in CER.
Employing three methodologies for patient engage-
ment that addressed shared knowledge, trust and
relationships, and logistics, we were able to mitigate
against some issues with respect to power differentials.

Patient stakeholders identified additional strategies
for reducing power differentials, including advance
resource sharing, hosting in-person and stakeholder-
specific meetings, explicitly defining and continuously
revisiting roles, and calling out the contributions of
AYA and parent team members.

Unique to the AYA population were the logistical
challenges of participation. Partially because of power
differentials in the school or work setting, AYAs had
less ability to change their schedules. In addition, tran-
sitions occurring during this life stage affected partici-
pation in the research process. Extra efforts will likely
be needed to meet AYAs where they are at, both liter-
ally if they change educational, occupational or geo-
graphic locations during the study and metaphorically,
as they acquire emotional and cognitive complexity
with their advancing age.

Stakeholders also shared the personal benefits of par-
ticipation in CER. Both AYAs and parents described
intrinsic benefits from this level of participation in the
research process, including better attention to their own
health or that of their AYA child and empowerment to
speak up in the medical decision-making process.

Further engagement of AYAs in CER holds great
promise. One of the tenants of Positive Youth Devel-
opment, a strength-based theoretical framework that
focuses on developmental assets, is the engagement
of youth in meaningful roles with caring adult men-
tors [25]. Engagement of AYAs in the planning, execu-
tion and interpretation of results for research designed
to improve AYA health is critical for moving adolescent
health forward. The Society for Adolescent Health
and Medicine Committee on Research endorses this
approach [26] and there is a long history of consulting
AYAs on research design via teen advisory boards or
as part of CBPR [2327]. With new funding mecha-
nisms tied to the inclusion of patient stakeholders in
research, engagement of AYAs in the research process

will hopefully expand further.

Limitations

We highlight several limitations. First, even though
all AYA and parent stakeholders who were stakehold-
ers on the core CER study participated, the sample
size is small. This study is exploratory in nature so the
inability to achieve thematic saturation does not make
the finding invalid but does suggest the phenomenon
requires further exploration [22]. Second, professional
stakeholders’ evaluation data was excluded from this
analysis to focus on patient stakeholders. Last, the
research team member who conducted the individual
interviews had administrative interactions with stake-
holders throughout the study; this familiarity could
have biased stakeholders’ responses.
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Conclusion

Our study underscores the unique opportunities and
challenges that arise when AYAs and parents serve as
formal patient stakeholders on multidisciplinary stake-
holder panels. AYAs and parents felt their participa-
tion as stakeholders benefitted both the core HEARYA
study and their own healthcare decision-making.
However, both experienced power differentials when
engaged in CER. Despite efforts by the research team
to lessen such differences, unequal power dynamics
existed among AYA, parent and professional stake-
holders. Recommendations provided by AYAs and par-
ents can inform future efforts with engaging patients
as stakeholders.

Future perspective

Engaging stakeholders in CER has been theorized to
improve the relevance, feasibility and dissemination
and adoption of research. Patient stakeholders are cru-
cial to include but only limited information is available
at this time. PCORI has already begun to target best
practices for engaging relevant and diverse stakehold-
ers, and we expect both the quantity of studies engag-
ing stakeholders and the quality with respect to patient
participation to improve.
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Executive summary

between adolescents/young adults and older adults.
differentials.

additional study.

e Power differentials exist between patient and professional researchers.
e For adolescent/young adult patients, engagement efforts also must address inherent authority differences

e Addressing shared knowledge, relationships and trust, and logistics can help mitigate these power

e Patient perspectives on stakeholder engagement, particularly from adolescents and young adults, deserve
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