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STXBP1 encephalopathy (STXBP1-E) is one of the early infantile onset
developmental epileptic encephalopathy. Muncl8-1, the gene encoding STXBP1, has a role in regulation
of exocytosis as a chaperone protein of STX1A. However, there is little knowledge about another
binding partner associated with STXBP1-E pathology. In this study, we found a novel interacting
partner of Muncl8-1, MyosinVa, by using affinity purification coupled to mass spectrometry. We
revealed that Muncl8-1, MyosinVa and STX1A are co-immunoprecipitated in mouse brain synaptosomes and
colocalized in primary hippocampal culture neuron. Furthermore, RNAi- mediated gene knockdown in
neuro2a cell demonstrate that the interaction between Muncl8-1 and MyosinVa is required for membrane
trafficking STX1A.
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