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A Hybrid Ameloblastoma in Posterior Mandible: A Case Report
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ABSTRACT

Objective: Hybrid ameloblastoma refers to the tumors that contain two or
more different histologic types of ameloblastoma. Till date, only 49 cases of
hybrid ameloblastoma with different combinations have been reported. Here
we present a case of hybrid ameloblastoma containing follicular, plexiform,
and acanthomatous types.

Case Report: A 24-year-old male patient referred to our clinic with a slow-
growing asymptomatic swelling on the right side of the mandible.
Radiographic assessment revealed a well-defined radiolucent lesion
associated with an impacted third molar. Following incisional biopsy, which
was compatible with ameloblastoma, total excision of the lesion along with
Carnoy fixation was performed. Final histopathologic assessment revealed a
hybrid ameloblastic lesion which contained follicular, plexiform, and
acanthomatous types.

Conclusion: Hybrid ameloblastoma has variable clinical, radiological, and
histopathological presentation. As a rare entity, the biological behavior of
the lesion still needs to be analyzed extensively with further clinical
research.
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Amag: Hibrit ameloblastoma, iki veya daha fazla farkli histolojik
ameloblastoma alt tipini iceren timorleri ifade eder. Bugiline kadar, farkli
kombinasyonlara sahip sadece 49 hibrit ameloblastoma vakasi bildirilmistir.
Burada folikiiler, pleksiform ve akantomatoz alt tipler iceren bir hibrit
ameloblastoma vakasi sunulmaktadir.

Olgu Sunumu: 24 yasinda erkek hasta, klinigimize mandibulanin sag
tarafinda yavas biyiiyen, agn ve pii akisinin eslik ettigi, sert sislik sikayeti
ile basvurdu. Radyografik degerlendirmede, gomiili uiclincli molar dis ile
iliskili iyi sinirli bir radyoliisent lezyon saptandi. Ameloblastoma ile uyumlu
insizyonel biyopsi sonrasi lezyonun total eksizyonu ve Carnoy soliisyonu ile
kimyasal fiksasyon uygulandi. Nihai histopatolojik degerlendirme, folikiiler,
pleksiform ve akantomatoz alt tipleri iceren bir hibrit ameloblastik lezyonu
ortaya ¢ikardi.

Sonug: Hibrit ameloblastoma degisken klinik, radyolojik ve histopatolojik
prezentasyona sahiptir. Nadir bir antite olarak, lezyonun biyolojik
davramsinin daha ileri klinik arastirmalarla kapsamli bir sekilde analiz
edilmesi gerekmektedir.

Anahtar Kelimeler: Carnoy, Eniikleasyon, Hibrit ameloblastoma

Introduction

Ameloblastoma is a benign but locally aggressive tumor accounting for
around 18% of all odontogenic neoplasms '. Till date, various
classifications of ameloblastoma were suggested based on their clinical,
radiological, and histological features. Most recently, WHO 2017
classification divided ameloblastoma into four categories:
conventional, extraosseous or peripheral, unicystic, and metastasizing
ameloblastoma 2.

The unicystic ameloblastoma has three histological subtypes including
luminal, intraluminal, and mural types. As well, many microscopic
subtypes of conventional ameloblastoma have been identified including
follicular, plexiform, acanthomatous, granular cell, desmoplastic and
basal cell types. The desmoplastic type was previously speculated to be
more aggressive and classified as a different type, however, in the
latest update, it has been moved to a histologic subtype without
biological significance.

In 1987, Waldron and el-Mofty suggested the term ‘hybrid
ameloblastoma’ for ameloblastic tumors that contain two or more
different histologic subtypes®. To best of our knowledge, < 50 cases of
hybrid ameloblastoma have been published so far." The aim of this
report was to report a case of hybrid ameloblastoma containing
follicular, plexiform, and acanthomatous types in an attempt to
contribute current knowledge of this rare entity which could be a
challenge in diagnosis and management due to its unusual
histopathological presentation.
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Case Report

A 24-year-old male patient applied to our clinic with the complaint of a
firm swelling in the right mandibular molar region, which has been
growing for a while, accompanied by pain and pus flow (Figure 1).

Figure 1. Preoperative intraoral view showing the swelling and fistula.
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Radiographic examination revealed a unilocular radiolucency with a
well-defined border involving the molar-ramus region extending to
the lower border of the right mandible (Figure 2).

Figure 2. Preoperative OPG. Note that no displacement or root
resorption was present in adjacent tooth.

The lesion was associated with impacted third molar, however, no
resorption or displacement in adjacent teeth was present. Although
expansion was observed in the buccal and lingual cortex of the
mandible on computed tomography, no perforation was observed
(Figure 3).

Figure 3. Preoperative CBCT. Expansion of the buccal and lingual
cortices.

The patient was informed about the treatment planning and gave his
written consent for clinical and radiological data acquisition as well
as for surgical procedures. Following incisional biopsy, which was
referring to an ameloblastoma, considering the age of the patient,
final surgery was performed by enucleation, curettage, and chemical
fixation with Carnoy’s solution under general anesthesia (Figure 4).

Figure 4. Final surgery was performed by enucleation, curettage,
and chemical fixation with Carnoy’s solution.

Histopathology of the total lesion revealed that the lesion was a
hybrid ameloblastoma containing follicular, plexiform, and
acanthomatous types. (Figure 5,6)

Figure 5. Hematoxylin-eosin staining at 4x magnification, tumoral
tissue with basophilic palisatation around the well-demarcated halo
is observed.

Figure 6. Hematoxylin-eosin staining at 10x magnification,
ameloblastoma with follicular, acanthomatous, plexiform areas.

Post-operative period of the patient was uneventful and radiographic
examination revealed evidence of proper bone remodeling at 1 year
of follow-up (Figure 7,8). The patient has still been followed up for
recurrence or further complications.

Figure 7. 1 year follow-up examination revealed proper ongoing
bone healing and uneventful mucosal healing.

Figure 8. Postoperative 1-year follow-up ongoing bone healing on
CBCT.

56

Selcuk Dental Journal | ISSN: 2148-7529



Selcuk Dent J. 2024

Karasu B, Ozalp O, Ozbilim G, Sindel A, Altunay B

Discussion

Since the first description by Waldron and el-Mofty, only few cases of
hybrid ameloblastomas have been reported globally."# Similar to the
presented case, the most common site of involvement for hybrid
ameloblastoma is the mandible at a ratio of 5:3 when compared with
the maxilla.?

The case presented contained follicular, plexiform, and
acanthomatous subtypes. Follicular and plexiform ameloblastomas
alone have been reported to be the most common histological
variants and accounted for 32.5% and 28.2%, respectively, followed
by the acanthomatous subtype with 12.1%. ¢ The hybrid variant has
commonly been reported to appear as mixed radiolucent and
radiopaque lesions with irregular borders, however, few cases exhibit
a radiolucent pattern, as observed in our patient.”?

There is no general agreement regarding the surgical management of
hybrid ameloblastoma since the biologic behavior of this rare entity
has not been established yet. Several reports have described
treatment algorithms for ameloblastoma. Many surgeons prefer a
radical surgical approach in the form of resection as management of
all types of ameloblastoma as it is a formidable tumor due to its local
aggressive nature and its tendency to recur.> ° However, Escande et
al. suggested that unilocular ameloblastomas less than 5 cm in
diameter that contain several medium-sized “soap bubbles” should
be treated in a conservative manner in performing enucleation and
curettage.®

Carnoy solution is used as a chemical curettage agent in the
treatment of benign lesions of the jaws, particularly keratocysts, due
to its cauterization, penetration, and fixation properties.' As well, it
has been reported in several studies that adjunctive use of Carnoy’s
solution following enucleation or curettage of aggressive lesions such
as ameloblastoma could provide some benefits. In a retrospective
study by Lee et al., it was reported decreased recurrence rate when
Carnoy solution was applied for 3 minutes after enucleation of
unicystic ameloblastomas with 93% mural invasion.'? According to Lau
and Samman, the recurrence rate was 3.6% at resection, 30.5% in
enucleation alone, and 16% in Carnoy application after enucleation.'
From the findings of the available studies, it can be assumed that
after enucleation of the ameloblastoma it is likely to fix residual
ameloblastoma tissue and reduce the risk of recurrence, but it is
based on the two studies mentioned. '3

In the presented case, we therefore preferred enucleation,
curettage, and chemical fixation with Carnoy’s solution opted for
preservation of the inferior alveolar nerve and maintaining the
quality of life by focusing on aesthetics and function, and the
proposed technique achieved successful outcomes.

Conclusion

The biological behaviour and prognosis of hybrid ameloblastoma has
not been clearly established. Further clinical, radiological, and
histopathological data are required to clearly demonstrate this rare
pathologic entity.
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