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Two Different Odontogenic Tumor in the Mandible: A Case 
Report
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Abstract
Cemento-Ossifying Fibroma (COF) is a benign lesion containing fibrous tissue and calcified 
material resembling bone and/or cementum, and may be encapsulated or unencapsulated. They 
occur most frequently in the third and fourth decades, in females, and in the premolar/molar areas 
of the mandible. They are generally slow-growing and may cause functional deformities in patients 
at advanced stages.

Another lesion which may arise in the mandible is the keratocystic Odontogenic Tumor (KCOT). 
These are developmental epithelial cysts which remain asymptomatic until they cause bone 
expansion, infection, pain, edema, or perforation. KCOT arises about twice as frequently in the 
mandible as in the maxilla. Like COF, they are typically diagnosed in the third and fourth decades, 
and have a high recurrence rate.

In this case report, we present the radiographic findings and surgical treatment of a patient who 
developed both COF and KCOT in different parts of the mandible 26 years after being treated for a 
KCOT that involved the entire mandible.
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Case Presentation
A 64-year-old man with a 1-month history of fistula was referred to our clinic for further 

investigation and treatment. On oral examination, a fistula was noted on the retromolar region of 
the left mandible. Aspiration of fluid from the fistula site or mandibular bone expansion was not 
observed. Paresthesia of the inferior alveolar nerve was not clinically evident. The patient had no 
history of systemic disease. His medical history included an operation of the mandible 26 years 
earlier [1-4].

On evaluation of his previous medical records and radiographs, an extensively large radiolucent 
cystic lesion completely filling the mandibular corpus was observed on the panoramic film. Twenty-
six years earlier, following a histopathologic diagnosis of extensive KCOT from biopsy material, 
the patient was treated with marsupialization and enucleation surgery (performed by A.A., DDS). 
An iodoform gauze drain was used for decompression of the cyst. The patient was followed with 
panoramic control films for 5 years following the surgery. It was noted that the final radiograph 
demonstrated complete resolution of the lesion with new formation of normal bone. The patient 
stated that he has discontinued the follow-up visits since he has no complaint of pain, extra-and/or 
intraoral swelling, drainage, or neurologic impairment of his mandible during the 21-year period 
since the last follow-up examination [5,6].

Panoramic radiographs taken at the patient’s recent presentation to our clinic revealed two large, 
unconnected lesions on the left and right sides of the mandible. The lesion on the left side of the 
mandible extended from the molar area to the ramus and appeared multiocular, and was larger than 
the lesion on the right side. The left lesion was observed to be displacing the mandibular alveolar 
ridge downward. The other lesion appeared uniocular. Incisional biopsy of the lesions showed that 
they were not histomorphopathologically similar [7,8].

For the left lesion, hematoxylin and eosin–stained sections showed cementum-like material 
(black arrow) within fibrous stroma. It consisted of a mineralized component with woven bone 
(black arrow) and fibrous stroma. The lesion on the right mandible showed extensive desquamation 
of keratinized epithelium into the lumen. It extended into the adjacent soft tissues and presented 
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a characteristic lining with parakeratinized epithelial surface (black 
arrow). Based on the clinical imaging and histopathologic features, a 
diagnosis of COF (left) and KCOT (right) was established.

The patient’s serum Calcium (Ca), Phosphorus (P), and 
Parathyroid Hormone (PTH) levels and blood values were tested to 
determine whether the lesions were a result of hyperparathyroidism. 
All values were within normal limits.

Under general anesthesia, the mandibular cysts were enucleated 
and Cornoy’s solution was applied to right lesion cavity (by U.K.A). 
The postoperative course was favorable, and four months later the 
patient reported no discomfort in the area. The patient is still under 
periodic clinical and radiographic follow-up.

Discussion
COF forms from mesenchymal blast cells of the periodontal 

ligament, is nonodontogenic, and is classified as a fibro-osseous 
neoplasma [9,10]. Due to its relatively slow growth, the cortical bone 
layer surrounding the lesion remains intact, and diagnosis may be 
delayed [8,11]. We estimate that in the present case, this process lasted 
approximately 21 years, or until the fistula formed in the left mandible. 
Pathologic examination results in the patient’s records reported that 
the lesion enucleated after marsupialization 26 years earlier was a 
KCOT. It is possible that COF developed from periodontal ligament 
remnants in the left mandible after the KCOT healed. There are 
different opinions regarding the development of COF. The tumor is 
also seen in bones that do not contain periodontal ligaments such as 
the ethmoid bone, frontal bone, and the long bones. On the other hand, 
some authors claim that trauma to the COF area, tooth extraction, 
and periodontitis are also triggering factors. Furthermore, COF may 
also develop in hormonal disorders such as hyperparathyroidism with 
hypercalcemia [12-14] Hyperparathyroidism-Jaw Tumor Syndrome 
(HPT-JT) can lead to recurrent or multiple COFs in the jaws. Our 
patient exhibited normal serum Ca, P, and PTH levels. He did not 
have teeth in the left mandible, nor did he have a history of trauma. 
The data in the literature regarding the clinical characteristics and 
origin of COFs are scarce and controversial. Previous studies have 
focused more on lesions that develop after COF treatment than the 
lesions that cause COF. Aneurysmal bone cyst and central giant cell 
granuloma are such lesions [15,16]. These lesions have been attributed 
to the differentiation of mesenchymal cells to osteoclast giant cells 
mediated by yet unidentified triggers as a result of reactions causing 
stromal changes in COF [16,17].

Like the COF in our patient’s left mandible, the KCOT in his 
right mandible was a clinically silent lesion until the development of 
bone expansion or infection [6]. KCOT is an epithelial developmental 
cyst that commonly arises in the mandible and has a characteristic 
parakeratinized squamous epithelium lining [8]. In the current case, 
KCOT recurrence was diagnosed in the patient’s right mandible 21 
years after his last follow-up. It is purported that KCOT originates 
from the residual dental lamina epithelium and oral epithelium 
basal cells [19]. They are known to frequently arise in the posterior 
ramus area of the mandible [20]. Initial treatment of the patient 26 
years earlier was marsupialization to the entire mandibular corpus, 
followed by enucleation. According to the literature, rates of KCOT 
recurrence range from 2.5% to 62.5%, and recurrence occurs at least 
5-7 years or later after treatment [21,22]. Our case is consistent with 
these literature data. Active mural growth and epithelial proliferation 
are factors known to induce KCOT recurrence [6].

There are case reports in the literature of KCOT co-occurring 
with odontogenic cyst or calcified dentigerous cyst, and aneurysmal 
bone cyst with ossifying fibroma in different locations of the same 
patient [23-26]. There is only one reported case of ossifying fibroma 
and KCOT occurring simultaneously on different parts of the jaw in 
the same patient [27].

Our patient fully recovered after treatment 26 years earlier of a 
KCOT that completely covered his mandible, but 21 years after his 
last follow-up radiography, recurrence was observed as unconnected 
COF and KCOT in the mandible. Although COF and KCOT are 
relatively common lesions, we found no other cases in the literature 
of recurrence manifesting as COF in one part of the mandible and 
KCOT in another 26 years after surgical treatment of a full mandibular 
KCOT. We recommend long-term clinical and radiographic follow-
up for all KCOT patients.
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