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Medication-related osteonecrosis of the jaw (ONJ) is a rare
condition associated with antiresorptive or antiangiogenic
drugs. ONJ associated with imatinib which is one of tyro-
sine kinase inhibitors is extremely rare."™ Here we re-
ported bilateral mandibular osteonecrosis associated with
imatinib monotherapy for a patient with chronic myeloid
leukemia (CML).

A 65-year-old man with exposure of the right lingual
cortical bone of the posterior mandible was referred to our
department (Fig. 1A). The patient with chronic myeloid
leukemia has been undergoing imatinib monotherapy
(400 mg/day) for 12 years, but there was no treatment his-
tory with bisphosphonates or radiotherapy. There was no
gingival trauma, periodontitis of the second molar, and
pericoronitis of the third molar. The lesion was diagnosed as
medication-related ONJ. Computed tomography showed a
sequestrum at the lingual cortical bone of the right
mandibular second molar (Fig. 1B and C). Because the se-
questrum was separated one month after the first visit
(Fig. 1D), the sequestrectomy was performed under local
anesthesia. Three months after the sequestrectomy, the
wound was completely covered with the oral mucosa
(Fig. 1E). The patient continued the imatinib monotherapy,
but the left lingual cortical bone of the posterior mandible
was exposed 5.5 years after the initial visit (Fig. 1F).
Although the separated sequestrum at the lingual cortical
bone of the left mandibular second molar was removed
under local anesthesia, the wound did not heal during the
follow-up with meticulous oral hygiene. Because the left
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sequestrum was separated 1 year after the left seques-
trectomy (Fig. 1G—I), the second sequestrectomy was per-
formed under local anesthesia. Three weeks after the
second sequestrectomy, the wound was completely covered
with the oral mucosa (Fig. 11). There was no recurrence of
ONJ after the left second sequestrectomy.

Imatinib is used to treat CML, acute lymphoblastic leu-
kemia, and gastrointestinal stromal tumors. Although there
are many side effects such as nausea, vomiting, diarrhoea,
rash, dermatitis, edema, anemia, neutropenia, and oral
hyperpigmentation and lichenoid lesion,’ ONJ associated
with imatinib monotherapy is extremely rare.”** To our
knowledge, a few well-described cases of ONJ associated
with imatinib monotherapy were reported in English litera-
ture.”?“ However, we excluded an imatinib-associated ONJ
2 months after imatinib monotherapy reported by Gupta
et al.,* because of a history of tooth extraction and altered
sensation of the posterior mandible for 2.5 years. Therefore,
only two cases were reviewed. One is a 72-year-old man with
molar root extraction, and ONJ of the right posterior
mandible occurred 22 months after imatinib monotherapy.’
The other is a 52-year-old woman without tooth extrac-
tion, and ONJ of the right mandibular torus occurred spon-
taneously 9 years after imatinib monotherapy.” In the
present case without tooth extraction, heterochronous ONJ
of the lingual cortical bone of the bilateral posterior
mandible occurred spontaneously 12 years after imatinib
monotherapy. Imatinib monotherapy and concomitant
dental extraction seem likely to cause ONJ." In the case
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Figure 1 Intraoral photographs and computed tomography
images. (A) The exposure of the right lingual cortical bone of
the posterior mandible (Mirror image). (B and C) Computed
tomography images. Arrow indicates a sequestrum. (D) The
sequestrum was separated one month after the first visit
(Mirror image). (E) The wound was completely covered with
the oral mucosa three months after the sequestrectomy (Mirror
image). (F) The exposure of the left lingual cortical bone of the
posterior mandible. (G—I) The left sequestrum was separated 1
year after the left sequestrectomy. Arrow indicates the se-
questrum. (l) The wound was completely covered with the oral
mucosa three weeks after the second sequestrectomy.

without tooth extraction, initial ONJ associated with imati-
nib monotherapy may tend to occur in the lingual cortex of
the mandible. Dentists should consider that imatinib mono-
therapy has a risk of medication-related ONJ.
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