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SUMMARY

Introduction Ameloblastic fibroma (AF) is a rare benign odontogenic tumor that usually occurs in the first
two decades of life. It affects adolescents and young adults and is found in the mandible and with a higher
frequency in the posterior region of this segment. There are rare case reports with a long-term follow-up.
Case Outline We report the case of a 6-year-old boy with extensive ameloblastic fiboroma in the mandi-
ble. Treatment consisted of enucleation and bone curettage, with the preservation of permanent teeth
adjacent to the tumor. Clinical and radiographic follow-up of the patient over a period of 7 years showed

no signs of recurrence or malignant transformation.

Conclusion Patients with AF should be under follow-up for prolonged periods of time, even in cases
exhibiting a low proliferation index, because of the potential for recurrence and malignant transforma-

tion of this tumor.
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INTRODUCTION

Ameloblastic fibroma (AF) is a rare tumor which
accounts for 0.9 to 2.4% of all odontogenic tu-
mors involving the jaw bones [1-4]. AF mainly
affects adolescents and young adults and has
a slight male predominance. Most tumors
are found in the mandible, while a higher in-
cidence is observed in the posterior region.
Patients usually seek treatment because of a
swelling in the jaw bones and delayed tooth
eruption, although some cases are diagnosed
incidentally during routine radiographic ex-
amination [5]. Radiographically, AF appears as
a unilocular lesion with well-defined margins.
Multilocular lesions are occasionally observed
in more extensive cases. The lesions are fre-
quently associated with impacted teeth [6, 7].

Histologically, AF is characterized by epithe-
lial islands and cords whose center resembles
the stellate reticulum of the enamel organ. The
islands and cords are immersed in ectomes-
enchyme that mimics the dental papilla. The
presence of a capsule is considered an uncom-
mon feature of AF [8].

AF shows a high rate of recurrence [5], while
malignant transformation is observed in some
cases [9, 10]. These findings highlight the im-
portance of the study of this tumor and the
need for long-term follow-up. This study re-
ports a case of extensive AF in the mandible of
a child. No signs of recurrence were observed
after 7 years of follow-up.

CASE REPORT

A 6-year-old boy was referred to a private clinic
in Salvador, Bahia, Brazil, for evaluation of
a swelling on the right side of the face. The
parents reported no eating difficulties. The
medical history revealed that the patient had
thalassemia minor, but no clinical signs or
symptoms were observed.

Extraoral physical examination showed
a hard swelling in the mandibular body and
angle on the right side, which caused a mild
facial asymmetry. Intraoral examination re-
vealed a swelling of the alveolar ridge in the
right posteroinferior region and the absence
of teeth in the same region, which led the pa-
tient to seek treatment (Figure 1A). Panoramic
radiography showed the presence of a well-
defined multilocular radiolucent area extend-
ing from the right deciduous first molar to the
mandibular angle on the same side, causing
the retention of teeth 85 and 46 (Figure 1B).
The clinical suspicions included dentigerous
cysts, keratocystic odontogenic tumor, and
ameloblastoma. An incisional biopsy was
performed and anatomopathological analy-
sis showed odontogenic epithelial islands and
cords amidst a cellular and embryonic stroma
resembling the dental papilla. These findings
were consistent with the diagnosis of AF. Two
weeks later, the patient was submitted to gen-
eral anesthesia for enucleation of the lesion,
extraction of tooth 85, and bone curettage
(Figure 1C). Macroscopic inspection of the tu-
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Figure 1. A. Intraoral view. Swelling of the alveolar ridge in the right posteroinferior region and absence of teeth. B. Panoramic radiograph show-
ing a well-defined multilocular radiolucent lesion at the right side of the mandible. C. Intraoperative image obtained during surgical removal
of the tumor. D. Macroscopic inspection of the tumor specimen measuring 45x40x10 mm. E. Presence of odontogenic epithelial islands and
cords amidst a cellular and embryonic stroma resembling the dental papilla (HE, 10x). F. Immunohistochemical analysis showing the presence

of few Ki-67-positive nuclei in the epithelial parenchyma.

mor specimen, which measured 45x40x10 mm, revealed
an irregular surface and fibroelastic consistency (Figure
1D). Histopathological analysis confirmed the diagnosis
of AF (Figure 1E). Immunohistochemistry detected few
Ki-67-positive nuclei, especially in the epithelial paren-
chyma, indicating a low proliferation index of the tumor
(Figure 1F).

No complications were observed during the postopera-
tive period. The patient was followed up over a period of
7 years and no clinical or radiographic signs of recurrence
were observed. Control panoramic radiographs, after 2
months, 1 and 5 years, showed the formation of new bone
in the right posterior region of the mandibular body and
complete eruption of teeth 46 and 47 (Figure 2). Com-

puted tomography scans obtained after 7 years revealed
cortical bone integrity, complete formation of medullary
bone, and complete eruption of tooth 46 which had been
preserved during surgery. In addition, the bone architec-
ture in the right posteroinferior region was preserved and
no radiolucency was observed (Figure 3).

DISCUSSION

This study reported a case of AF involving the body and
angle of the mandible in a 6-year-old child. Philipsen et
al. [11] and Tomich [6] suggested that AF corresponds to
a stage of maturation of ameloblastic fibro-odontoma and
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Figure 2. Control panoramic radiographs, after 2 months (A), 1 year
(B) and 5 years (C), respectively, showing the formation of new bone
in the right posterior region of the mandibular body and complete
eruption of teeth 46 and 47.

Figure 3. Control computed tomograph scans obtained after 7 years.
Note the integrity of cortical bone, absence of radiolucency, and pres-
ervation of bone architecture in the region.

odontoma. This hypothesis has been refuted since recur-
rent AFs show no evidence of maturation to ameloblastic
fibro-odontoma or odontoma. In addition, AFs usually
affect patients in the third decade of life when the process
of odontogenesis is already completed [12].

Clinically, the patient presented with a mandibular
swelling extending from the right deciduous first molar to
the mandibular angle on the same side, causing a delay in
tooth eruption. According to Kim and Jang [8], this swell-
ing is caused by gradual expansion of the cortical plate
during growth of the tumor. In addition, these authors
have reported that AF shows slower growth than other
odontogenic tumors, such as ameloblastoma, and does
not tend to infiltrate bone. However, Pereira et al. [13]
reported a case of rapidly growing AF in an 11-month-old
infant, which was attributed to the small size of the jaw.

The patient had thalassemia minor, the heterozygous
state of a hereditary genetic disease characterized by a re-
duction in beta globin chain synthesis, causing mild and
silent microcytic and hypochromic anemia [14, 15]. There
are no reports in the literature correlating this hereditary
disease with AFE but this odontogenic tumor has been diag-
nosed in other diseases such as Goldenhar syndrome [16].

The histopathological features of the present case met
the criteria for AF [12, 17]. The lesion consisted of odon-
togenic epithelial islands and cords amidst a cellular and
embryonic stroma resembling the dental papilla. Usubu-
tun et al. [18] also found extensive cystic formation as a
result of a degenerative process, but this was not observed
in the present case.

According to Carnelio and Vij [19] and Rao et al. [20],
AF exhibits a low proliferation rate. This was confirmed
in the present study by sparse immunostaining for Ki-67,
especially in the parenchymal compartment. Evaluation of
the proliferative potential of AF using immunohistochemi-
cal markers contributes to the understanding of tumor ag-
gressiveness and to adequate surgical planning [8], as in
the present case.

The initial diagnosis of the case included a dentigerous
cyst, odontogenic keratocystic tumor and ameloblastoma
due to the clinical and radiographic similarities between
these lesions. The differential diagnosis of AF should in-
clude odontogenic lesions such as the dentigerous cyst,
ameloblastoma, myxoma, and other mixed tumors [21,
22]. According to Nelson and Folk [23], despite many
similarities, it is essential to differentiate AF from other
mixed odontogenic tumors in view of its true neoplastic
potential, possibility of recurrence and malignant trans-
formation potential.

The present patient was submitted to conservative treat-
ment considering that the lesion was a primary tumor and
to avoid possible esthetic deformities. Consensus exists
regarding the preference of conservative treatment of AFs,
including enucleation of the tumor and removal of all teeth
involving bone curettage [13, 24, 25]. According to these
authors, en bloc resection results in significant morbidity
and esthetic deformity and should be reserved for exten-
sive tumors invading soft tissue and for recurrent cases.



Srp Arh Celok Lek. 2015 Mar-Apr;143(3-4):190-194

The present patient was followed up for 7 years and no
clinical or radiographic signs of recurrence or malignant
transformation were observed after this period, demon-
strating the success of treatment. Long-term follow-up of
AF as done in the present study is important due to the
possibility of recurrence and malignant transformation.
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AmenobnactHu pubpom: NpuKas peTKor cayyaja ca CeAmMOroguLkbMm NepMoaom

KAMHUYKOr npaherba

JleoHapgo pe Apayxo Meno', AgHa KoHceuncao bapoc', Canapa pe Kacna CantaHa Capaurba?, Apnen Cepksenpa’,

»KeaH HyHec foc CaHtoc?

'CromartonoLuku dakyneT, JpxasHu yHuBep3uteT banje, Cansagop, bawnja, bpasun;
Katenpa 3a opasnHy 1 MakcunodauujanHy xupyprujy, Cromatonoluku dakyntet, JpxasHu yHuBep3uteT banje, CanBapop, bauja, bpasun;
*Jlabopatopuja 3a opanHy natonorujy, CromatonoLuku dakyntet, ipxasHu yHuBep3uteT banje, Cansagop, bavja, bpasun

KPATAK CAZIP?KAJ

YBog AmenobnactHu ¢pnbpom je pefiak, 6eHUrHK, OJOHTOreHU
TYMOP KOju ce 06MUHO jaB/ba A0 ABafieceTe roAvHe XMBoTa.
Obosbetbe noraha agonecueHTe n Mnage ogpacie ocobe, a
3axBaTa 1oty BUAULY, 1 TO Yyelwhe NocTepUopHY perujy oBor
cermeHTa. MNprkasu 6onecHrKa ca AyropoyHUM KIMHUYKUM
npaherem cy peTku.

Mpukas 6onecHnKa MpriKasyjemo LeCTOroAnLLIHEr AeYaka ca
€KCTEH3UBHUM amenobnacTHUM GrbpPomMom Aotbe BunuLe. bo-
NECHVIK je NleYeH MPUMEHOM XUPYPLLKe peceKLje U KUpeTaxe

MpumsbeH « Received: 28/04/2014

KOCTW, Y3 OuyBatbe CTaHuX 3y6a y 6n13uHu Tymopa. KnuHny-
KO 11 pafiMoNoLLIKO UCNMTHBaHe 6ONECHKa TOKOM CEAMOToaN-
LWHber nepuoga Huje NoKasasno 3HaKe peumarea Unm MaaurHe
TpaHcdopMauuje.

3aksbyuak bonecHuike obonene og amenobnactHor pubpoma
noTpe6HO je AyropoYHO HaArneaaTy, Yak vy ciydajeBrma C Hit-
CKUM NHAEKCOM nponudepaluje, c 063Mpom Ha moryhy nojasy
peumnanea n ManurHy TpaHchopmalujy oBor Tymopa.
KmbyuHe peun: avenobnactiu ¢ubpom; ofoHTOreHn Tymopu;
BUINLA; KNMHUYKO npahere
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