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Primary cilia are formed from the mother centriole in cellular quiescence.

TTBK2 is a serine-threonine kinase that is essential for growth arrest-induced ciliogenesis, but its

regulatory mechanism is largely unknown. In this study, | investigated the role of Cepl64, a mother
centriole protein known to recruit TTBK2 to the mother centriole, and ATR, a DNA damage
response-related kinase, for TTBK2 activation. This study showed that an auto-interaction of TTBK2
between C-terminus and N-terminal kinase domain inhibits its kinase activity and that Cepl64
interacts with the C-terminal region of TTBK2 and activate it through suppressing its autoinhibitory

interaction. These results suggest that Cepl64 plays an important role for not only the
localization but also the activation of TTBK2.
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