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ABSTRACT

Introduction: Ameloblastoma is a benign tumor primarily found in
the jawbone. Unicystic ameloblastoma, first categorized in 1977,
comprises four distinct types and is considered a less aggressive
variant of ameloblastoma. Marsupialization, a conservative
surgical approach, involves creating an open pocket by suturing
the edges of a lesion to facilitate fluid drainage and promote
healing.

Case Report: This case report details the surgical management
of a 13-year-old boy diagnosed with unicystic ameloblastoma
and an impacted left mandibular third molar, who was referred
to the Oral and Maxillofacial Surgery Department at Hacettepe
University during the COVID-19 pandemic due to a radiolucent
lesion surrounding the impacted tooth, which caused facial
asymmetry. The treatment plan included the extraction of the
second molar, a biopsy, and marsupialization. During the one-
year follow-up, no recurrence was noted.

Conclusion: Marsupialization, which involves creating an open
pocket by suturing the edges of a lesion to the oral cavity or
sinuses for fluid drainage, is a conservative treatment approach
particularly suitable for young patients. This method preserves
the growth potential of the bone, improves aesthetic outcomes,
and protects vital structures. In this case, due to the COVID-19
pandemic, conservative treatment under local anesthesia was
preferred, with enucleation performed after marsupialization.
Such approaches address clinical needs effectively and support
patients’ psychological well-being during challenging periods like
pandemics.

Keywords: Ameloblastoma; COVID-19; Jaw neoplasms

Makale gonderilis tarihi: 22.08.2024; Yayina kabul tarihi: 23.12.2024
iletisim: Dr. Aydin Onur Gergek

OZET

Giris: Ameloblastoma, ¢ene kemiginde siklikla gorilen benign
bir timérdir. ik olarak 1977 yilinda tanimlanan unikistik
ameloblastoma, doért farkli alt tipe sahip olup ameloblastomanin
daha az agresif bir varyanti olarak kabul edilmektedir.
Marsupyalizasyon, kist epitelinin bir boliminin cerrahi olarak
cikarilmasi ve kistin agiz mukozasina agilmasi yoluyla drenaji
kolaylastirarak iyilesmeyi tesvik eden konservatif bir cerrahi
yaklagimdir.

Vaka raporu: 13 yasinda bir erkek ¢gocuk, yiiz asimetrisine neden
olan gémdulu alt ¢cene Gglincli molarini gevreleyen radyolusent
bir lezyonla Hacettepe Universitesi Agiz, Dis ve Cene Cerrahisi
Anabilim Dal’'na bagvurdu. Uygulanan tedavi protokold, ikinci
molar disin ¢ekilmesi, biyopsi yapiimasi ve marsupyalizasyon
prosedurinl igermistir. Bir yillik takip surecinde herhangi bir
rekurrens tespit edilmemistir.

Sonug: Marsupyalizasyon, kistik yapilarin drenaji igin lezyonun
kenarlarinin agiz bosluguna veya sinuslere dikilmesiyle sivi
drenajl igin agik bir cep olusturulmasini iceren konservatif bir
tedavi yaklasimidir ve 6zellikle genc hastalar igin uygundur. Bu
yontem, kemigin bllyime potansiyelini korurken estetik sonuglar
iyilestirir ve hayati yapilarin korunmasini saglar. Bu vakada,
COVID-19 pandemisi nedeniyle lokal anestezi altinda konservatif
tedavi tercih edilmis ve marsupializasyonun ardindan eniikleasyon
uygulanmistir. Bu tur yaklasimlar, klinik gereksinimleri etkin bir
sekilde karsilarken, pandemiler gibi zorlu dénemlerde hastalarin
psikolojik olarak kendilerini idame etmeleri daha kolay olacaktir.
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INTRODUCTION

Unicystic ameloblastoma (UA), first described in
1977, is characterized by a single well-defined ca-
vity and is classified into subtypes based on histo-
pathological characteristics. The 5th edition of the
World Health Organization (WHO) classification of
ameloblastoma, published in 2022, delineates five
distinct categories of this odontogenic tumor: con-
ventional ameloblastoma, unicystic ameloblastoma,
extraosseous/peripheral ameloblastoma, adenoid
ameloblastoma, and metastasizing ameloblastoma."
It is generally less aggressive compared to conventi-
onal ameloblastoma.? UA constitutes approximately
5-15% of all ameloblastoma cases and predomi-
nantly occurs in younger individuals, typically during
the second to third decades of life, in contrast to the
solid form, which is more commonly observed in the
fourth decade. Clinically, UA are often characterized
by well-defined, unilocular or multilocular radiolucent
lesions, frequently associated with impacted teeth,
particularly in the posterior mandible.® The mandibu-
lar to maxillary UA ratio is reported to be 13:1.* The
classification of unicystic ameloblastomas includes
three histological types: luminal, intraluminal, and
mural, which have implications for their biological
behavior and treatment outcomes.?

Many experts consider radical surgery, which invol-
ves the removal of solid or multicystic ameloblasto-
ma with 1 cm safe margins and resection of adjacent
soft tissue, to be the most effective treatment option,
followed by subsequent reconstruction.® Some aut-
hors propose an alternative approach that combines
conservative surgery with long-term follow-up, par-
ticularly in cases where patient compliance is favo-
rable and there is a low risk of adjacent structure
involvement.” Conservative surgery encompasses
techniques such as marsupialization and enucleati-
on or curettage, with or without additional methods
like cryotherapy, thermal or chemical cauterization,
radiotherapy, or chemotherapy.®® Historically, recur-
rence rates after enucleation and curettage of UA
have been reported to be between 10% and 20%.2
However, there remains insufficient evidence and a
lack of consensus regarding the most effective treat-
ment strategies.

Marsupialization can mitigate the adverse effects
associated with definitive treatment. It aids in pre-

serving the inferior alveolar nerve, lowers the risk of
pathological fractures, and eliminates the necessity
for a bone graft. Nevertheless, its effect on mandi-
bular unerupted anomalies remains uncertain, with
recurrence rates varying from 4.5% to over 50%.1°

During the COVID-19 pandemic, the management of
benign lesions in the maxillofacial region underwent
significant changes due to the need for heightened
infection control measures and the prioritization of
urgent cases. The pandemic led to a re-evaluation
of surgical practices, particularly for benign lesions,
which are often elective procedures." Despite he-
althcare restrictions during the COVID-19 pandemic,
head and neck tumor surgery has remained one of
the most actively pursued surgical treatment areas.?
In this context, marsupialization performed under lo-
cal anesthesia appeared to be a practical option, re-
ducing exposure risks while effectively managing the
lesion. This case report discusses the surgical ma-
nagement of ameloblastoma during the COVID-19
pandemic. A 13-year-old boy underwent marsupiali-
zation, a conservative surgery for an unerupted left
mandibular third molar.

CASE REPORT

A 13-year-old male patient with facial asymmetry in
the left mandibular angular region, attributed to an
impacted left mandibular third molar, was referred
to the Oral and Maxillofacial Surgery Department at
Hacettepe University. Written informed consent for
the surgical procedures and the publication of this
case report was obtained from the patient and the-
ir legal guardians. The patient reported no systemic
diseases. Upon examination, expansion was obser-
ved in the left mandibular angle area, extending into
the retromolar region. An unerupted left mandibular
third molar was identified, with no accompanying
pain or ipsilateral paresthesia.

A panoramic radiograph revealed a well-defined, so-
litary radiolucent lesion in the region of the left lower
third molar. This lesion extends from the distal root
of the second molar to the left ascending ramus and
is associated with an unerupted third molar. Cone
beam computed tomography (CBCT) scans indica-
ted a cystic lesion encircling the impacted lower left
wisdom tooth, displacing the inferior alveolar nerve
(Figure 1).
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Figure 1. CBCT radiograph of the patient with thin buccal and lingual bone wall.

The lower left second molar exhibited incomplete
root formation and lacked sufficient bone support.
The lower left third molar was positioned at the jaw
angle. An incisional biopsy was conducted, leading
to a diagnosis of mural type UA following histopat-
hological examination. The initial step of marsupia-
lization involved surgically removing a portion of the
cystic wall to alleviate the intracystic pressure on the
overlying bone and mucoperiosteum, thereby crea-
ting a clear bone outline of the lesion (Figure 2). The

Figure 2. Removal of part of the cystic wall.

second molar and the impacted third molar teeth
were extracted at this stage to minimize postope-
rative complications and reduce the risk of fracture
formation. A medicated gauze dressing, infused with
petrolatum and 3% Bismuth Tribromophenate, was
used to pack the large lesional cavity, ensuring con-
tinuity between the marsupialized lesion and the oral
environment (Figure 3). After confirming the epithe-
lialization of the cyst wall, the drain was removed.
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Figure 3. Dressing with fine-mesh gauze containing petrolatum
and 3% Bismuth Tribromophenate.

Post-operatively, the patient was prescribed a course
of antibiotics (amoxicillin-clavulanate, 1000 mg twice
daily) for one week to prevent infection and nonste-
roidal anti-inflammatory drugs (deksketoprofen, 25
mg two times daily) for five days to manage pain and
inflammation. Antiseptic mouth rinses (chlorhexidine
gluconate 0.12%) were recommended twice daily

Figure 5. Six months of follow-up with a clear bony outline.
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Figure 4. The lesion diminished in size and new bone formation
was seen.

to maintain oral hygiene. The patient was schedu-
led for a month of follow-up appointments and daily
management following the surgery, after which the
frequency would shift to weekly check-ups. The pa-
rents were advised to ensure proper hygiene of the
oral cavity by regularly irrigating the lesion until the
definitive operation could be done.
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Cone-beam computed tomography was performed
six months after marsupialization. The nerve was
located within the lesion cavity, surrounded by a ra-
diopaque border, with no paresthesia or complaints
reported. The lesion showed a reduction in size on
radiographs, and new bone formation was observed
(Figure 4). The patient’s enucleation was performed
after six months of follow-up, achieving a clear bony
outline. The final biopsy supported the first biopsy
results (Figure 5). During the assessment, we eva-

DISCUSSION

Unicystic ameloblastomas are benign but potentially
aggressive tumors that usually occur in the mandi-
bular region and expand within the bone. Marsupi-
alization is a widely accepted procedure for the tre-
atment of large mandibular cystic lesions.™ It is a
good alternative treatment for cases that cannot be
treated under general anesthesia.

The treatment of UA by marsupialization is a subject
of controversy; some consider it to be too radical,
while others feel it is too conservative. Various tre-
atment options have been employed for UA, inclu-
ding segmental or marginal resection, though more
conservative treatments have also been commonly
reported.® While enucleation and curettage are the
most common procedures, some clinicians prefer
marsupialization performed in a two-stage surgery
to preserve vital structures.'®>' Studies indicate that

Figure 6. Improvement was achieved after one year of follow-up.

luated wound healing, ipsilateral paresthesia of the
lower lip, bone formation, and restoration of normal
bone contour, along with monitoring for any potenti-
al lesion recurrence. Enucleation was performed for
six months postoperatively, and no recurrence was
observed during the one-year follow-up. By the final
follow-up stage, a normal mandibular bony contour
was achieved, accompanied by complete remode-
ling (Figure 6).

marsupialization can be an effective initial treat-
ment, especially in cases where complete excision
may pose a higher risk of complications or where the
cyst is large enough to warrant a more conservati-
ve approach.®® In the present case, our treatment
of choice was marsupialization due to the patient’s
young age, aesthetic expectations, and desire to
protect vital structures. One of the issues that should
be considered in such patients is the possibility of re-
currence. Marsupialization was preferred because it
provided advantages regarding lesion control during
the period when the operating room was closed due
to COVID-19.

Many studies have demonstrated that the possibility
of recurrence after resection is minimal.®'” A study
comparing the recurrence rates of four different tre-
atment options for unicystic ameloblastoma yielded
the following results: 3.6% for jaw resection, 30.5%
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for enucleation followed by the application of Car-
noy’s solution, and 16% for marsupialization, with or
without additional second-line treatments. The fin-
dings indicated that jaw resection had the lowest re-
currence rate, followed by enucleation with Carnoy’s
solution. In contrast, enucleation alone demonst-
rated the highest recurrence rate. Additionally, the
effectiveness of marsupialization could not be fully
evaluated since most cases necessitated a second
stage of surgery.58 Luminal UA typically indicates a
less aggressive tumor type and has a better prog-
nosis. In contrast, mural types often result in higher
recurrence rates in children.™ It is important to re-
member that significant complications can arise af-
ter resection, leading to disfigurement, dysfunction,
and psychological distress, particularly in young pa-
tients.'”” When aggressive surgery is considered, es-
pecially in young patients, the possible psychologi-
cal effects should be taken into consideration. Our
treatment decision was made based off the patient’s
age, the specific type of ameloblastoma (mural), the
high risk of complications associated with the size of
anatomical formations, and the restricted access to
general operating rooms during the pandemic.

Limited by deficiencies and inaccuracies, previous
case reports of young patients with UA treated with
marsupialization call for an updated and more comp-
rehensive approach.™ It is advisable to consider the
following points when making decisions for young
patients: 1) ongoing facial growth, variations in bone
physiology (such as a higher percentage of cancel-
lous bone, increased bone turnover, and reactive
periosteum); 2) challenges in initial diagnosis; and
3) the dominance of pre-erupted teeth in unicystic
ameloblastoma cases. Given these factors, we op-
ted for marsupialization combined with close monito-
ring, with the objective of initiating early intervention
in the event of recurrence.

In younger patients, UA can be effectively treated
through enucleation with bone curettage. However,
some surgeons have used alternative adjuvants to
reduce the recurrence rate in this treatment. Recur-
rence rates have been reported, especially in cysts
with osseous perforation.?® While Lau and Samman
recommended® Carnoy’s solution after enucleation,
Khare et al.?! tried an alternative variation that would
allow faster ossification of the gap with an osteoperi-
osteal flap. Re-entry surgery with cryotherapy using

liquid nitrogen following enucleation is a promising
treatment option for large UA lesions. This method
may aid in preventing tumor recurrence, as discus-
sed by Ogunsalu et al.?? In the case report by Pa-
ulo et al.?® enucleation following marsupialization is
considered an effective option for ameloblastomas
located in the ramus, as this condition is a benign,
slow-growing jaw neoplasm that originates from
odontogenic epithelium. A conservative approach in
children not only yields favorable aesthetic results
but also helps preserve their craniofacial develop-
ment. This treatment preference is consistent with
the evidence found in the existing literature and ta-
kes the patient’s age into account.

In some instances, adjunctive therapies may be con-
sidered post-surgery to minimize the risk of recurren-
ce. These can include cryotherapy, thermal or che-
mical cauterization, and, in rare cases, radiotherapy
or chemotherapy.?* The identification of the BRAF-
VB00E driver mutation in mandibular ameloblasto-
mas and other mutations has prompted the search
for targeted therapies for jaw ameloblastomas.?® At-
tempts to treat ameloblastomas with BRAF inhibitors
(BRAFi), alone or in combination with mitogen-acti-
vated protein kinase (MEK) inhibitors (MEKIi), have
been reported as a last-line treatment.?® BRAF-tar-
geted therapy was effectively used for the first time
in a neoadjuvant protocol for a small group of young
patients with unicystic, mural-type ameloblastoma.?”
In the study conducted by Hirschhorn et al.?® the
first comprehensive histomorphologic findings on
BRAF-targeted ameloblastomas were presented,
highlighting the effect of BRAFi on the inflammatory
response by activating tumor-infiltrating lymphocy-
tes and cytotoxic lymphocytes while downregulating
immunosuppressive factors to create an anti-tumor
environment.

UA is seen in young patients with multiple impacted
teeth. In these cases, these impacted teeth are usu-
ally removed during surgery along with the tumors
to prevent their recurrence.? In order to reduce the
number of operations during the COVID-19 pande-
mic, we chose to extract the second molar and wis-
dom tooth by performing an incisional biopsy during
marsupialization.

During the challenging work conditions of the pande-
mic era, the conservative management of large cys-
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tic jaw lesions through decompression followed by
surgery has led to high levels of patient satisfaction
and decreased the necessity for extensive surgical
procedures. The average reduction rate observed
was 80.8%, with no recorded instances of recurren-
ce.® In consideration of the young patient’s well-be-
ing and psychological welfare, we chose to perform
enucleation followed by marsupialization to mitigate
long-term effects.

CONCLUSION

Marsupialization is a highly effective conservative
treatment option for unicystic ameloblastoma, par-
ticularly in young patients, where preserving vital
anatomical structures and supporting craniofacial
growth are critical. Based on the findings of this case
report, patient selection criteria should emphasize
age, lesion type, and the potential impact on facial
aesthetics and function.

Long-term follow-up is essential for monitoring bone
regeneration and detecting potential recurrences.
Regular imaging, such as CBCT, and careful clinical
evaluations are recommended to ensure successful
outcomes. Additionally, integrating minimally inva-
sive techniques like marsupialization during limited
healthcare resources, such as the COVID-19 pan-
demic, can provide a practical and patient-centered
approach. This case highlights the importance of ta-
iloring treatment strategies to individual patient nee-
ds and balancing effective lesion management with
the preservation of quality of life.
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