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A six-year-old boy was seen by his dentist for a tumor mass in the left mandibular region. The pano-
graph revealed a multilocular radiotransparent lesion extending from the canine to the left mandibu-
lar ascending ramus with well defined borders. After biopsy, the lesion was enucleated via curettage of
the bone bed. The lesion was diagnosed as ameloblastic fibroma. After six months, radiographs
showed that the surgical defect had filled with new bone.
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INTRODUCTION
meloblastic fibroma, first described in 1891 by
Kruse' is a relatively infrequent tumor? account-
ing for between 2%° and 2.5%* of all odonto-
genic neoplasms. The lesion consists of a benign, mixed
odontogenic tumor characterized by a proliferating
odontogenic epithelium embedded in cellular ectomes-
enchymal tissue and resembling the dental papilla. Vary-
ing degrees of inductive change have been described.”
Both the epithelial and mesodermal components are
neoplastic.®
The present study describes an odontogenic tumor
in a 6-year-old boy with non-pathognomonic clinical,
radiological and macroscopic characteristics.
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CASE REPORT

A 6-year-old Spanish boy was seen by his dentist for
a tumor mass in the left mandibular region.
Orthopantomography revealed a multilocular radio-
transparent lesion extending from the zone of the
canine to the left mandibular ascending ramus. The
patient was referred to the Service of Oral and Max-
illofacial Surgery of Asturias Central Hospital
(Spain) on October 10, 1999.

The medical history, systems exploration, family his-
tory and routine laboratory findings were unremark-
able. Extraoral examination revealed a firm, tender
mass in the left mandible (Figure 1). The skin was clear
and there were no areas of facial inflammation. No pal-
pable neck adenopathies were observed, and the rest of
the head and neck exploration was essentially normal.

The intraoral examination in turn showed a firm
tumor located in the left mandibular hemibody, extend-
ing from the canine to the ascending ramus, with
reduced vestibular depth in the lower left canine and
molar region. The oral mucosa overlying the lesion was
normal.

The radiographic study revealed a large multilocular
radiotransparency with well defined borders, sur-
rounded by a radiopaque rim, extending from the left
canine region to the ascending ramus of the mandible.
Germ displacement was observed of the permanent left
second premolar and first and second molars. Root
resorption of the deciduous first and second molars was
also seen in the left jaw, but not on the contralateral
side (Figure 2).

On December 9, 1999, an intraoperative biopsy was
obtained under general anesthesia, which diagnosed an
odontogenic tumor exhibiting an ameloblastic compo-
nent. The lesion was enucleated via curettage of the
bone bed, with removal of 74 and 75, and of the germs
of 34 and 36 included within the tumor. The patient was
discharged from hospital on the following day.
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Figure 1. Clinical photograph of patent. Extraoral symmetry affect-
ing left side of the face.

Figure2. Panoramic radiographic show a multilocular, expansible
radiolucency extended from the left lower canine region to the
ascending ramus.
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Figure 3. Macroscopic appearance of the tumor.

The surgical piece was rose-color, multinodular, seg-
mented and of soft consistency (Figure 3), and measured
approximately 3.5 x 2.5 x 2 cm.

The histopathological study revealed narrow
strands and nests of odontogenic epithelium in a
stroma of uniform mesenchymal connective tissue
(Figure 4a). The connective component presented a
very cellular mass of young fibromyxoid tissue, and
was composed of stellate and elongated mesenchymal
cells (Figure 4b). The epithelial area consisted of
strands and islets that exhibited a peripheral layer of
columnar and cuboidal cells which enclosed a small
number of cells resembling stellate reticulum of the
enamel organ in a developing tooth (Figure 5a). A
hyalinized, pale eosinophilic band of varying thickness
was seen surrounding the islets of odontogenic epithe-
lium (Figure 5b). Neither the odontogenic epithelium
nor the fibroblastic mesenchyma showed mitotic activ-
ity or cellular atypia. The lesion was diagnosed as
ameloblastic fibroma.
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Figure 4a. The tumor is composed of a cell-rich mesenchymal tis-
sue with proliferation of neoplastic epithelium (2.5X).

After 6 months of follow-up, radiographs showed that
the surgical defect had filled with new bone (Figure 6).

DISCUSSION

Central odontogenic fibroma appears to occur more
frequently in children and young adults. Cases develop-
ing in newborn infants™ and in adults up to 42 years of
age have also been reported, the mean age being 14.6
years.” A case of congenital ameloblastic fibroma asso-
ciated to other malformations has been described.’

The tumor is slightly more common in males than in
females.” No racial predilection exists."! The mandible
is affected four or five times more commonly than the
upper jaw.'*

Ameloblastic fibroma presents no pathognomonic
clinical or radiological characteristics. The radiographic
study shows either a unilocular or multilocular radio-
transparent lesion, that is frequently associated with
the crown of an unerupted tooth" or to an impacted
tooth.”" The lesion is usually located in the premolar-

Volume 25, Number 3/2001



Ameloblastic fibroma: a case report in a 6 year old

Figure 4b. A higher magnification (40X). The connective cells are
rounded, angular, elongated and strellate.

Figure 5a. Photomicrograph showing cords of epithelium with
peripheral cells similar to those of theinner enamel epithelium,
which resemble the early stages of development of the enamel
organ (25X).

Figure 5b. Rimming the basal lamina around the islands of odon-
togenic epithelium are strands of eosinophilic acellular material,
suggesting an induction of the adjacent mesenchyme (arrow) (40X).

molar region.” The radiographic appearance of
ameloblastic fibroma may be identical to that of
numerous other cysts and tumors;" in this sense, radi-
ographic differentiation from ameloblastoma (for
example) may be impossible.’

The microscopic appearance of the mesenchymal
component resembles the fibromyxoid tissue of the
dental papilla.* Sometimes scattered foci of epithelial
islets can be found, resembling the early stages of
development of the enamel organ." Many of these
epithelial nests contain a central portion that is less cel-
lular and exhibit a stellate morphology reminiscent of
the stellate reticulum of the enamel organ in a devel-
oping tooth."

The tumor may also exhibit signs of apparent induc-
tion, such as narrow cell-free zones and areas consisting
of amorphous hyaline-like material surrounding
epithelium.® Pindborg et al" indicated that odonto-
genic tumors represent a range of conditions, the fea-
tures of which probably depend on the stage of induction
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Figure 6. Panoramic radiographic taken at 6 months after surgery.

towards tooth formation reached prior to neoplastic’ or
hamartomatous proliferation.” It has been suggested
that inductive changes may allow progression from one
type of odontogenic tumor to another, e.g., ameloblas-
tic fibroma may evolve towards an ameloblastic fibro-
odontoma."

Two additional forms of ameloblastic fibroma have
been described: a clinical variant (peripheral ameloblas-
tic fibroma), and a histopathological variant (granular
cell ameloblastic fibroma). Peripheral odontogenic
fibroma has been defined as a peripheral odontogenic
tumor representing the extraosseous counterpart of cen-
tral odontogenic fibroma.” Granular cell ameloblastic
fibroma is in turn composed of nests of odontogenic
epithelium surrounded by granular cells.>”

Ameloblastic fibroma has classically been consid-
ered an encapsulated tumor - this being a feature
shared with other mixed odontogenic tumors.** As a
result, surgical removal or enucleation is the treatment
of choice.” However, the case described in the present
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study involves a number of singular characteristics such
as the absence of any consistent capsule, and the seg-
mentation of the tumor mass that prevented habitual
surgery (i.e., enucleation) - requiring exeresis and thor-
ough curettage of the bone bed.

Approximately 20% of ameloblastic fibromas can
recur after conservative removal. Such recurrences
may result from incomplete initial removal,* and
some surgeons recommend more aggressive surgical
excision."” Regardless of the therapeutic approach
adopted, a patient who has undergone treatment for
an ameloblastic fibroma must be subjected to regular
follow-up for at least 10 years, since in addition to its
high recurrence rate, the possibility exists of malig-
nant transformation.” Approximately 50% of all
ameloblastic fibrosarcomas develop as a recurrence of
ameloblastic fibroma.'**

Reviews of the literature agree on the need for: (a)
very accurate histological examination of the lesion; (b)
a conservative approach to ameloblastic fibromas
except in recurrent cases; and (c) long-term postopera-
tive follow-up."*"

CONCLUSIONS

The classical notion that these tumors are encapsulated
and thus easy to remove is somewhat in conflict with
the high recurrence rates observed and the potential
for evolution towards ameloblastic fibrosarcoma. In
our opinion, the best management approach in cases of
ameloblastic fibroma in children is to surgically remove
the lesion and furthermore perform careful curettage
of the bone bed. Periodic follow-up examinations and
radiographic studies are advised for at least 10 years
after surgery.
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