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Glucose-6-phosphate dehydrogenase (G6PD) deficiency is one of the most
common enzymopathy in the world. More than 160 missense mutations in the G6PD gene have been
reported, and those mutations cause loss of enzymatic activity and severe symptoms such as hemolytic

anemia. Many Classl mutations in G6PD deficiency are localized in the dimer interface distant from
the active site, and mechanisms of loss of activity have been unclear. In this study, we have
successfully solved the structures of the most severe Class I mutants and elucidated mechanisms of
loss of activity. This study paves the way for the development of a novel drug for G6PD deficiency.
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