
• The 5 distinct structured searches performed as 
part of the targeted literature review included:
 – Google Scholar: (“cost effectiveness model” 

OR “cost utility model”) (treatment OR 
therapy) “sickle cell disease”;

 – Google Scholar: Allintitle: “cost effectiveness” 
OR “cost utility” OR CEA OR CEM OR CUA 
“sickle cell disease”;

 – Google Scholar: Allintitle: “sickle cell” OR 
“Vaso-occlusive” OR “hemolysis” “cost 
effectiveness” OR “cost utility” -screening- 
“genetic testing”;

 – PubMed: ((sickle cell disease [Title]) OR 
(SCD [Title])) AND (model) AND ((cost 
effectiveness) OR (cost utility)) NOT 
(screening [Title]);

 – Reference lists associated with existing 
literature reviews: Voxelotor NICE submission,1 
Purser et al 2020,2 and Jiao et al 2021.3
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Supplemental Figure: Sample Markov IPS model of SCD
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Diagram of the conceptual model of SCD. Treatment-related acute events include leukopenia, thrombocytopenia, and oligospermia/azoospermia 
associated with hydroxyurea; iron overload, transfusion reaction, and infection associated with transfusion; graft vs host disease, graft failure, 
posttransplant lymphoproliferative disorder, and secondary malignancy associated with hematopoietic stem cell transplant; and graft failure, 
posttransplant lymphoproliferative disorder, and secondary malignancy associated with genetic therapies.4
“Development of a conceptual model for evaluating new non-curative and curative therapies for sickle cell disease” by Johnson KM, Jiao B, Bender 
MA et al., PLoS One. 2022;17(4):e0267448, is licensed under CC BY 4.0.

Abbreviations: CEA=cost-effectiveness analysis; CEM=cost-effectiveness model; CUA=cost-
utility analysis; IPS=individual patient simulation; NICE=National Institute for Health and Care 
Excellence; SCD=sickle cell disease
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