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1   |   INTRODUCTION

Unicystic ameloblastoma (UAM) is defined as a variant of 
intraosseous ameloblastoma that occurs as a single cystic 
cavity. UAM is believed to be less aggressive and to re-
spond more favorably to conservative treatments than the 
multicystic or solid type.1 Various treatment modalities, 
such as segmental or marginal resection for UAM, have 
been used, similar to those generally used for conven-
tional ameloblastoma, and more conservative treatments 
have also been frequently reported.2 The traditional com-
plete resection of the lesion site could impact a growing 
young patient's physical and psychological development. 

Therefore, conservative treatments are widely applied for 
treating UAM in children.

This report presents the case of mandibular UAM in a 
9-year-old girl who was successfully treated by marsupi-
alization and orthodontic treatment without the need for 
tooth removal.

2   |   CASE REPORT

A 9-year-and-2-month-old girl with a chief report of swell-
ing in the left mandibular premolar region was referred 
to our medical center. The patient had no systemic health 

Received: 14 October 2021  |  Revised: 2 December 2021  |  Accepted: 11 December 2021

DOI: 10.1002/ccr3.5241  

C A S E  R E P O R T

Unicystic ameloblastoma in a 9-year-old child treated with 
a combination of conservative surgery and orthodontic 
treatment: A case report

Tingting Guo1   |   Ci Zhang2  |   Jian Zhou1

This is an open access article under the terms of the Creat​ive Commo​ns Attri​butio​n-NonCo​mmerc​ial-NoDerivs License, which permits use and distribution in any 
medium, provided the original work is properly cited, the use is non-commercial and no modifications or adaptations are made.
© 2022 The Authors. Clinical Case Reports published by John Wiley & Sons Ltd.

1Department of General Dentistry 
and Emergency Dental Care, Beijing 
Stomatological Hospital, Capital 
Medical University, Beijing, China
2Department of Orthodontics, Beijing 
Stomatological Hospital, Capital 
Medical University, Beijing, China

Correspondence
Jian Zhou, Department of General 
Dentistry and Emergency Dental Care, 
Beijing Stomatological Hospital, Capital 
Medical University, Tian Tan Xi Li 
No.4, Beijing 100050, China.
Email: zhoujian@ccmu.edu.cn

Funding information
This study was supported by 
grants from the Beijing Municipal 
Administration of Hospitals Incubating 
Program, Code: PX2021056

Abstract
Unicystic ameloblastoma (UAM) in the pediatric population is a rare clinical en-
tity that has not been well addressed in the literature. Radical approaches affect a 
growing young patient's physical and psychological development, so conservative 
approaches are widely used for management in children. This report describes 
the case of a 9-year-old girl with UAM of the mandible, which also involved the 
impaction of the first and second premolars. Marsupialization with orthodontic 
treatment was performed to shrink the lesion and upright the first premolar in-
volved in the tumor. Ten months after marsupialization, the lesion had healed 
entirely. The combination of conservative surgery and orthodontic treatment 
effectively shrank the lesion, preserving mandibular growth, preserving the in-
volved first and second premolars, and promoting the eruption of the teeth.
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conditions. Extraoral examination revealed facial sym-
metry, and intraoral examination revealed mucosal swell-
ing extending from the left lower first deciduous molar 
to the left second deciduous molar region, mixed denti-
tion, and unerupted left lower first and second premolar. 
(Figure 1B,C).

A panoramic radiograph revealed a well-circumscribed, 
unilocular radiolucency in the region of the left lower pre-
molars, extending from the distal canine area to the me-
sial root of the first molar area, with unerupted first and 
second premolars located lower than their healthy right 
counterparts. The roots of both the left lower first and sec-
ond deciduous molars were absorbed to the neck of the 
teeth. (Figure 1A).

Cone-beam computed tomography (CBCT) was per-
formed to confirm the location of the lesion and the rela-
tionship between the lesion and the adjacent anatomical 
structures. (Figure 4A–C).

The cystic lesion was treated by marsupialization 
together with the extraction of the left lower first and 
second deciduous molars. Biopsy was conducted (age: 
9  years and 2  months) to shrink the lesion. Ibuprofen 
was used to relieve pain after surgery. After histo-
pathologic evaluation, the lesion was diagnosed as UAM. 
(Figure 2).

Radiographs taken 5  months (age: 9  years and 
7 months) after marsupialization showed that the lesion 
margin had lost clarity and that regenerated bone had 
replaced the low-density area. The first and second pre-
molars had begun to erupt. However, the direction of the 
eruption of the first premolar was mesioangular, and no 
space was present between the left canine and the first 
premolar. (Figure 3A,D).

Thus, a segment arch appliance was bonded to the left 
canine and first molar of the mandible to uphold the lee-
way space with a coil spring. Then, an orthodontic button 
was bonded to the left first premolar, and distal traction 
was applied to the tooth using an elastic power chain. 
(Figure 3B,E).

Five months after orthodontic appliance placement 
(age: 10  years), we observed that the first premolar had 
erupted in place. (Figure 3C,F).

Cone-beam computed tomography 10  months (age: 
10 years) after marsupialization showed that the radiolu-
cent area had disappeared entirely. (Figure 4D–F).

3   |   DISCUSSION

The treatment of UAM has been controversial and can be 
conventional, radical, or conservative. Conventional ap-
proaches consist of segmental or marginal resectioning 
with subsequent reconstructive procedures often being 
required. Conversely, conservative treatments comprise 
marsupialization plus second-stage curettage. No substan-
tial evidence proves one treatment modality as the most 
effective, and many reasons exist for this uncertainty.

There is a consensus among various authors that amelo-
blastoma has to be treated aggressively to avoid recurrences. 
However, an aggressive surgical approach in pediatric pa-
tients could result in numerous complications, such as 
functional and masticatory changes, mutilations, and loss 
of permanent teeth involved in the tumor and facial defor-
mities. Therefore, there is a dilemma regarding the appli-
cability of an initial radical extensive surgery in children. 
In children, the treatment of unicystic ameloblastoma is 

F I G U R E  1   (A) Panoramic 
radiograph obtained at the first visit 
revealing a unilocular, well-defined, 
radiolucent lesion surrounding the 
unerupted left lower first and second 
premolars. (B, C) Intraoral photographs. 
Arrow indicates mucosal swelling. Images 
obtained at 9 years and 2 months of age

(A) (B)

(C)

F I G U R E  2   Histological findings (10×) of the specimen 
obtained at marsupialization revealed a simple cystic-type (type I) 
ameloblastoma. Arrow indicates loosely arranged suprabasal cells. 
Specimen obtained at 9 years and 2 months of age
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F I G U R E  3   (A, D) Postoperative intraoral photographs and radiographs taken after 5 months show that the direction of the eruption 
of the first premolar was mesioangular, and no space was present between the left canine and the first premolar. The lesion margin had 
lost clarity, and regenerated bone had replaced the low-density area. Images obtained at 9 years and 7 months of age. (B, E) Segment arch 
appliance was bonded to the left canine and first molar of the mandible to uphold the leeway space with a coil spring, and distal traction was 
applied to the tooth using an elastic power chain. (C, F) Intraoral photographs and radiographs taken 5 months after orthodontic appliance 
placement, and the first premolar erupted in place. Images obtained at 10 years of age

(A) (B) (C)

(D) (E) (F)

F I G U R E  4   (A–C) Cone-beam computed tomography images taken at the first visit. (A) CBCT 3D reconstruction shows a low-density 
area surrounding the unerupted left lower first and second premolars. (B) Axial CBCT view shows an expansion of the buccal and lingual 
cortices in the mandible. (C) Coronal CBCT view at the level of the mandible. Images obtained at 9 years and 2 months of age. (D–F) 
Postoperative CBCT taken 10 months after marsupialization. (D) CBCT 3D reconstruction shows regenerated bone surrounding the left 
lower first and second premolar. (E) Axial CBCT view shows normal trabeculae replacing the low-density area in the mandible. (F) Coronal 
CBCT view at the level of the mandible. Images obtained at 10 years of age

(A) (B) (C)

(D) (E) (F)
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complicated by the following key factors: 1) continued fa-
cial growth, different bone physiology (greater percentage 
of cancellous bone, higher bone turnover, and reactive 
periosteum), and the presence of unerupted teeth; 2) diffi-
culty in making the initial diagnosis; and 3) predominance 
of the unicystic type of ameloblastoma.

Given that mandible resection in pediatric patients 
may lead to complications, such as dysfunction and defor-
mity, our patient was submitted to conservative treatment 
to preserve the permanent teeth and as much bone as pos-
sible, to avoid esthetic deformities.

Marsupialization is considered a good way to exteriorize 
or decompress a cyst. Marsupialization followed by enu-
cleation is one therapeutic approach for ameloblastoma,3 
which was our original treatment plan. Surprisingly, after 
10  months, we observed that the lesion had completely 
healed. There are several reports of cystic ameloblastoma 
cases in which the tumor completely disappeared after 
marsupialization alone, suggesting that marsupialization 
helps avoid wide resection of the mandible in patients 
with UAM.4 For our patient, we assumed that the lesion 
fully recovered because the pathological classification was 
simply cystic (type 1), which favored a successful outcome 
of conservative management.

In the present case, the lesion was histologically di-
agnosed as ameloblastoma on biopsy, and we assumed 
that the tumor was not entirely enucleated by marsupi-
alization but remained around the crown of the first and 
second premolars. Accordingly, we performed careful fol-
low-up to monitor the tumor size. Orthodontic treatment 
was applied in addition to marsupialization to allow the 
teeth to erupt. In similar cases, orthodontic treatment has 
been successfully applied for tumors involving the crown 
of the unerupted teeth.5 After 10 months, the lesion in our 
patient had disappeared entirely, and the first and second 
premolars had erupted to a normal level. Long-term fol-
low-up with radiography is mandatory for the early de-
tection of recurrences. We are still monitoring our patient 
annually using radiography.

The treatment we chose avoided the resection of the 
mandible and induced eruption of the teeth involved in 
the tumor. Thus, the combination of conservative surgery 
and orthodontic treatment can be advantageous for man-
aging UAM in children.
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