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Cherubism-like Jawbone Expansion in Mice Reveals Unrecognized Contributions of
Neutrophils to Cherubism Pathogenesis
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Cherubism (CBM), characterized by expansile jawbones with multilocular
fibrocystic lesions, is caused by gain-of-function mutations in SH3 domain-binding protein 2.We
hypothesize that bony inflammation of an unknown cause triggers jawbone expansion in CBM. Bacterial
invasion from the exposed pulp resulted in jawbone expansion in Sh3bp2KI1/+ and Sh3bp2KI/KI mice.
CBM-like lesions developed exacerbated inflammation with increased neutrophil, and these lesions
displayed excessive neutrophil extracellular traps. Our study reveals a previously unrecognized role

of neutrophils that may play a vital role in promoting CBM lesions
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