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Abstract

Ameloblastic fibroma (AF) is an uncommon mixed benign odontogenic tumor that usually presents in the first two
decades of life with no predilection for sex or race. It can present either peripherally or centrally with a majority of the
cases presenting in the posterior mandible. Although it usually presents in posterior mandible, we present a case of a
peripheral AF in the maxillary anterior gingiva, which has been described rarely in literature. Described are the clinical,
radiographic and histologic features and the subsequent surgical treatment for this lesion.

Introduction

Ameloblastic fiboroma (AF) is an uncommon tumor repre-
senting 2.5% of all odontogenic tumors [1-3]. Although most
are central, there have been reports of peripheral (soft tissue)
ameloblastic fibro as [4,5]. They present most commonly in
children and young adults as an asymptomatic, slow growing
mass. The majority of these lesions present in the posterior
mandible and are associated with an impacted tooth [5,6].
From an exhaustive literature review, only four tumors have
been reported in the anterior maxillary region [2,3]. A case is
presented of a 19-month-old with AF associated with tooth
HE.

Case Report

A 19-month-old boy was referred to the Oral and Maxil-
lofacial Surgery department at Nova Southeastern Universi-
ty-College of Dental Medicine in August 2018 for diagnosis of
a lesion associated with primary tooth #E. His father initially
became concerned 6 months prior when a mild red swell-
ing from edentulous site #E started to become noticeable.
His father noted that the patient’s remaining dentition had
erupted. Patient was referred to the pediatric dentist, who
decided to monitor the lesion with reimaging during the 6
months. During that time, the tooth was exposed through the
gingiva but has not fully erupted into position. Mild swelling
persistently remained localized around tooth #E. The lesion
had slowly grown in size and has now caused displacement of
erupted tooth #E. Father denies any recent trauma to the pa-
tient’s mouth. His medical, surgical and family histories were
unremarkable. Remaining physical exam showed no abnor-
malities as well.

Intraoral examination revealed a 5 x 5 mm swelling direct-
ly palatal to tooth #E (Figure 1). Lesion was firm, non-mobile,
non-tender with no evidence of pus or bloody discharge from
swelling. The overlying gingiva was ulcerated, brownish-white
in color with well-defined borders. It was obvious that this le-
sion was also displacing tooth #E buccally while also causing
difficulty erupting compared to the contralateral tooth #F. No
other intraoral lesions were noted.

Serial anterior occlusal periapical radiographs were tak-

Figure 1: Clinical photos of tooth E.
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Figure 2: Periapical radiograph of tooth E. There is a radiolu-

cency surrounding the entire root of tooth E.

Figure 3A: Low power of magnification of tumor showing odon-
togenic epithelium arranged in cords, strands and nests while
embedded in a hypercellular connective tissue stroma.

en prior to presentation to the clinic. The first radiograph
showed a radiolucent lesion surrounding the crown and in-
complete root formation of tooth #E. Obvious difference in
eruption of tooth #E compared to tooth #F was noted as well.
In the most recent periapical film (Figure 2), no obvious bony
involvement of the lesion was noted. Both primary central in-
cisors seemed to be roughly symmetric with underlying per-
manent central incisors forming appropriately underneath.
The clinical diagnosis of eruption cyst was made.

Under general anesthesia, the lesion was treated with
enucleation and curettage, which included tooth E as part
of the specimen. The specimen was examined by the Oral &
Maxillofacial Pathology department at Nova Southeastern
University-College of Dental Medicine.

Figure 3B: Higher magnification reveals island of cuboidal to co-
lumnar odontogenic epithelium.

Histologically, the H&E stains of lesion showed fragments
of ulcerated mucosa partially covered by thin squamous ep-
ithelium (Figure 3A and Figure 3B). The lamina propria was
composed of fibrous connective tissue largely replaced by
cell-rich myxoid mesenchymal tissue and contained discrete
islands and cords of odontogenic epithelium. These islands
exhibit peripheral columnar cells surrounding loosely ar-
ranged epithelial cells resembling stellate reticulum. Frag-
ments of vital bone were also noted.

Post-operatively, patient healed uneventfully and no re-
currence was noted in an approximate 6 month follow-up
interval.

Discussion

Ameloblastic fibroma is a benign mixed neoplasm of odon-
togenic origin with both epithelial and mesenchymal prolif-
eration. The lesion was first described by Kruse in 1891 as a
cystic lesion [3] and was later identified as its own separate
entity by Thoma and Thompson is 1941 [7]. The precise etiol-
ogy remains unclear [2]. It is believed to arise de novo during
odontogenesis from hyperactive basal lamina without further
odontogenic differentiation [2]. It is the |least differentiated of
the mixed odontogenic tumors because it does not produce
any dentin or enamel matrix [2]. The two rare variants include
granular cell and peripheral [2].

Ameloblastic fiboromas are reported to occur between the
ages of 7-weeks-old to 42-years-old [1,2] but most commonly
present within the first two decades [2]. They present with
no sex or race predilection [2,6]. Although case reports have
shown AF to arise in unusual locations [6], they are predom-
inantly present in the posterior mandible, where 80% of the
lesion have been reported [2,3]. The incidence of recurrence
after surgery ranges from 18-43% [1]. There have been re-
ports indicating transformation of ameloblastic fibromas to
its malignant counterpart--ameloblastic fibrosarcomas (AFS)
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[8,9]. In fact, close to 50% of all AFS are malignant transfor-
mation of AF [3,8].

AF usually presents as an asymptomatic, slow growing
mass [3]. It is reported that approximately 20% of cases are
discovered accidentally on radiographs while attempting to
diagnose an unerupted tooth [10]. Other more uncommon
findings reported are pain, drainage and ulcerations [7].
Tumor sizes can vary from 1-8.5 cm [3]. They exhibit signifi-
cantly slower growth than ameloblastoma and do not tend
to infiltrate surrounding structures [2,3]. Instead, it tends to
gradually expand and cause expansion or displacement of
surrounding teeth [3]. Tumors are usually described as hard
and firm [7].

Radiographically, AF presents as a uni- or multilocular ra-
diolucent lesion and is most commonly associated with an
unerupted tooth [3]. Unilocular lesions tend to be asymptom-
atic while multilocular lesions tend to exhibit more expansion
of the jaws [7]. The borders of AF are well defined and corti-
cated as it is a slow growing lesion [7]. When visualized with
computer tomography (CT), AF may show expansion but no
perforation of the cortices [1,3]. Other associated features in-
clude displacement and divergence of roots of adjacent teeth

[7].

Microscopically, many similarities are seen between am-
eloblastoma and ameloblastic fibro as [11]. The odontogenic
epithelium presents as strands, nests and cords of cuboidal
or columnar cells with stellate reticulum developing in the
central portion [3]. The cell rich mesenchymal component
resembles a dental papilla. The connective tissue stroma is
more dense and is what distinguishes AF from ameloblasto-
ma [11]. Meanwhile, AF do not contain any enamel or dentin
matrix, which separates AF from ameloblastic fibro-odonto-
ma [7]. The presence of mitosis, nuclear polymorphism and
hyperchromatism should raise concerns for ameloblastic fi-
brosarcoma [8].

Treatment of AF remains controversial with both conser-
vative and radical approaches suggested by different authors
[1,3,12]. No one method seems to be claimed as universal.
Some authors recommend a wide local excision unless treat-
ment results in significant cosmetic deformities [1]. Other
authors reported enucleation and curettage at the initial ap-
pointment with an en-bloc resection if there is the presence
of recurrence [1,3]. Treatment of AF is most commonly enu-
cleation and curettage [9]. Although there have been reports
suggesting aggressive initial therapy [10], the majority of the

articles published agree that these lesions should be treated
conservatively [11]. Recurrent AF lesions on the other hand
should be treated aggressively [10]. Long term follow up must
be emphasized for at least 10 years [3].

In summary, this is a case of a rare peripheral ameloblastic
fibroma that presents in the anterior maxilla. The peripheral
variant can be treated with surgical enucleation and curet-
tage followed by observation for clinical recurrence.
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