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generation of functional CX26 gap junction forming cell derived from mouse iPS
cells and its application to hereditary deafness

Fukunaga, Ichiro
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Mutation of the Gap Junction Beta 2 gene (GJB2) encoding connexin 26 (CXZG%
is the most frequent cause of hereditary deafness worldwide. In this study, we generated functiona
CX26 gap junction-forming cell (iCX26GJC) from mouse ESC/iPSC by using 3D and 2D culture. In 3D
culture, 1CX6GJC were observed in a part of the aggregate. Aggregates were subcultured in 2D
culture, and proliferation of iCX26GJCs were observed. To investigate whether the iCx26GJC were
functional, we performed scrape-loading assay and Ca2+ imaging. In the iCX26GJC culture, we observed

that Lucifer yellow diffused beyond the wounded parental cells. Furthermore, spontaneous Ca2+
signaling activity was observed. Finally, we found that combination with growth factor and inhibitor

has been shown to result in greater production of isolatable CX26-expressing region and higher Gjb2
mRNA levels, thereby increasing the yield of highly purified iCX26GJCs.

GJB2 ES/iPS
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