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ABSTRACT

The nasal septum is known to act as a pacemaker for midface development. Therefore, it is crucial to
understand the mechanisms of nasal septum development. In conditional knockout mice for primary cilia
molecules in neural crest-derived cells, it has been reported that the nasal septum was duplicated due to
modulation of Hedgehog (Hh) signaling and this suggested that Hh signaling in primary cilia is involved in the
nasal septum development. However, the mechanism has not been fully elucidated. Therefore, in this study, we
aimed to clarify the relationship between the development of the nasal septum and the role of primary cilia. We
found that upregulation of Hh signaling was occurred at the anterior part of the nasal septum in mice with
conditional deletion of primary cilia molecule, Ift88, which is expressed in primary cilia of neural crest-derived
cells (IfI88": Wnt1 Cre mice). In addition to upregulated Hh signaling, canonical Wnt signaling was downregulated
at the anterior part of the nasal septum in IZ88"”; Wnt1Cre mice. Conditional deletion of canonical Wnt signaling
in neural crest-derived cells (CtnnbI . WntlCre mice) also led to duplication of the nasal septum, which was

accompanied with the upregulation of Hh signaling. Thus, canonical Wnt signaling is likely downstream of Hh
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