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Case Presentation
The patient was a 77-year-old woman. She was examined by our department in March 2009 

for a painless tumor in the gingiva of the anterior mandibular ridge. She had a history of surgery to 
remove a left-mandibular Ameloblastoma at the department of dental and oral surgery at X general 
hospital in 1985. Follow-up was conducted for 5 years, but no abnormalities were observed so the 
examinations were terminated. The information was asked this hospital for her medical records, 
imaging data, and other information, but it had been discarded. About 25 years after the initial 
surgery, in February 2009, she was referred to our department after her primary care dentist found 
a tumor in the anterior alveolar ridge of the mandible.

Medical history
Hypertension and osteoporosis; No allergies.

Present illness
She exhibited no facial morphological abnormalities, no sensory abnormalities, and no 

enlargement of local lymph nodes. In the oral cavity, a painless, slightly hard tumor with surface 
uniformity, a well-defined boundary, and elasticity was observed beneath the alveolar mucosa near 
the left-mandibular incisor and premolar area, covered by a normal lining mucosa. The tumor was 
20 mm × 20 mm in size and 5 mm in height. The lining mucosa exhibited no abnormalities.

X-ray findings
A panoramic X-ray did not show any abnormal images in the tumor area, though an area of 

alveolar bone deficit thought to be from the previous resection of the mandibular margin was 
observed (Figure 1).

Treatment and course
Based on a tissue biopsy, a histopathological diagnosis of spindle cell/follicular Ameloblastoma 

was made. The tumor was resected under local anesthesia on April 01. En bloc resection that included 
the healthy mucosa and submucosal soft tissue surrounding the tumor was performed (Figure 2). 
No bone was resected and the wound was sutured closed. A histopathological search of a resected 
specimen showed a follicular Ameloblastoma, similar to the biopsy, and a negative resection margin 
(Figure 3). It has now been 9 years since the surgery and there has been no recurrence of the tumor.

Discussion
Most Ameloblastoma recurrences happen a few years after surgery [1,2], though some occurring 

after around 20 years have been reported [3-6], the longest being 45 years [7]. However, most of 
these involve the bone at a resection margin or a bone graft. It is thought that tumor cells that 
remain in the bone proliferate relatively slowly, which is why it takes a long time for a recurrence to 
be noticed. In contrast, recurrences in soft tissue do not often appear after a long period, so it is rare 
for tumor cells left in the soft tissue of a tumor margin to take around 20 years to reappear. However, 
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Abstract
Ameloblastomas are odontogenic tumors characterized by a high recurrence rate. Here, an 
Ameloblastoma that recurred 25 years after the initial surgery is reported. The patient was a 77-year-
old woman. About 25 years ago, she underwent surgery to resect a mandibular Ameloblastoma 
at another hospital. The recurrent tumor was resected a 20-mm diameter focus in the gingival/
submucosal soft tissue. The histopathological diagnosis was spindle cell/follicular Ameloblastoma. 
In the literature, there are a few reports of recurrences around 20 years after resection, but most of 
these involve hard tissue, such as the bone at a resection margin or a bone graft, so this case of a 
recurrence in soft tissue is considered rare. In the future, follow-ups may need to be conducted in 
units of around 20 years.
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Figure 1: This shows the panoramic X-ray from the initial examination. 
Alveolar bone deficit (arrows) thought to be from the previous resection of 
the mandibular margin can be observed.

Figure 2: (a) Shows the intraoperative findings. The surrounding soft tissue 
was resected en bloc (arrow). (b) Shows the cut surface of the resected 
tumor. Fairly heterogenous tumor tissue that is white internally and has a 
well-defined boundary with the surrounding tissue can be observed.

Figure 3: (a) Shows a round tumor (arrows) inside fibrous tissue. (b) Shows 
a high-magnification image. There is marked proliferation of epithelial cells 
resembling an enamel organ.

the speed of proliferation can be slowed by complex factors, such 
as the biological characteristics of the tumor itself or the patient’s 
immune mechanisms. The present case is the longest recurrence in 
the literature since 2000, so is considered quite rare.

Conclusion
An Ameloblastoma that recurred in the subgingival soft tissue 

25 years after the initial resection was reported. In the future, it is 
reasonable that postoperative follow-up of this disease should be 
performed in units of around 20 years.
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