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The control of inner ear morphogenesis by FGF genes in mouse models of 22ql11.2 delet
ion syndrome.

Yuichiro, Yaguchi
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Multiple signaling molecules are involved in development of the ear. Fibroblast gr
owth factor (Fgf) is known to be indispensable for controlling cell fate determination and differentiation
during otic development. Here, we report that Spryl and Spry2 compound mutant embryos , show an abnormal
phenotype in the ventral region of the inner ear, including the cochlea. We found neuralization of the oti
c vesicle is induced in Spryl,2 knockout mouse. Moreover, Thxl prevents neural differentiation in the otic
vesicle, and we observed a severe defective inner ear phenotype, coupled with strong induction of neural
maker genes, in the Spryl,2 knockout ;Thx1l hetero mouse. Our results suggest excess Fgf signaling inhibi
ts Shh signaling, thereby inhibiting Thx1 activation to prevent neural differentiation iIn the otic vesicle
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