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Abstract

Unicystic ameloblastoma is a clinical subtype of ameloblastoma. According to Ackermann there
are three types of unicystic ameloblastoma microscopically. Luminal unicystic ameloblastoma be-
longs to the Ackermann type-1 unicystic ameloblastoma. They frequently affect young people and
may behave aggressively. A general agreement has been made for aggressive type of unicystic
ameloblastomas are managed aggressively to eradicate the lesions completely by radical surgical
procedures that cause mutilation. Mutilation adversely affects the physcosocial condition of the
patient particularly in young age. Therefore there is need of those procedures which restore pa-
tient’'s natural forms and functions till last attempt. The aim of this case report was to evaluate the
efficacy of conservative surgical procedure (enucleation followed by iodoform gauze dressing) in
aggressive type of unicystic ameloblastoma. During one year follow-up we observed uneventful
secondary healing and bone regeneration, no sign of recurrence clinically and radiographically
and no mutilation postoperatively.
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1. Introduction

Ameloblastomas are benign odontogenic tumors having potential to grow into enormous size with resulting
bone deformity [1]. Clinically ameloblastoma was classified into four sub-groups like solid or multicystic, un-
icystic, desmoplastic and extra-osseous or peripheral [2]. Unicystic ameloblastoma was commonly reported in
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young patients and it was first described by Robinson and Martinez in 1977 [2] [3]. Ackermann classified this
entity into three groups 1) luminal, 2) intra-luminal and 3) mural pattern) while Philipsen and Reichart classified
unicystic ameloblastoma into four sub-groups: A) luminal, B) luminal and intra-luminal, C) luminal, intra-lu-
minal and intramural and D) luminal and intramural on the basis of histopathology. Unicystic ameloblastoma
diagnosed as sub-group A and B can be treated conservatively like careful enucleation with/without adjunctive
therapy, whereas sub group C and D required radical resection, as for a solid or multicystic ameloblastoma [4] [5].
According to recent literatures, if cortical perforation was present then it behaves like solid ameloblastoma and
managed accordingly [1]. Aggressive surgical approach like resection with or without continuity defects may
cause mutilation. Mutilation adversely affects the physcosocial condition of the patient particularly in young pa-
tient. Therefore, our primary aim is to restore its natural forms and functions till last attempt to avoid mutilation
[6]-[9].

This case report was performed to evaluate the success of conservative treatment like surgical enucleation
followed by iodoform gauze dressing in luminal unicystic ameloblastoma of the mandible.

2. Case Report

A 21-year-old male patient reported to our centre with complaint of swelling and occasional pain in relation to
lower left posterior teeth region since last 5 months. Patient was asymptomatic 5 months back then he noticed,
insidious in onset and gradually progressive. There was no history of dental infection/trauma. The medical his-
tory of patient was unremarkable. On extraoral examination, facial asymmetry was apparent with a diffused
swelling involving the left side of mandible, measuring 4.5 cm x 4 cm (Figure 1(A)). The swelling was soft and
tender on palpation. While intraoral examination revealed multiple retained (53, 71, 75, 85) and missing teeth
(13, 18, 31, 35, 38, 41, 45, 48) as well as both cortical plate expansion in relation to 75, 36 and 37 with vestibu-
lar obliteration (Figure 1(B)).

On radiographic examination, OPG revealed unilocular well capsulated radiolucent lesion that extend from
distal surface of left mandibular first premolar to apices of second molar and less than 1 cm of residual lower
border as well as alveolar process on the same along with inferior alveolar nerve involvement (Figure 3(A)).
Axial CT revealed fairly large (3.5 cm x 3.2 cm x 3 cm) well defined rounded cystic destructive lesion involv-
ing left mandibular body with large exophytic component (Figure 2(A)) while 3D CT of mandible revealed
complete loss of osseous component in the same (Figure 2(B)).

Fine needle aspiration yielded 10 ml of blood mixed fluid and tissue was obtained from the lesion was sub-
mitted for the histopathological examination (Figure 2(C)). Microscopic examination reveals presence of fibr-
ous wall which is lined by ameloblastic epithelium. These ameloblastic epithelium exhibits columnar differen-
tiation and reverse polarization of basal cell layer. The basal cell layer is hyperchromatic and contracts with the
reminder which is loose and eosinophilic. The fibrous wall is loose and reveals the presence of scattered fibrob-
last and chronic inflammatory cells chiefly lymphocytes and extravasated RBCs. Therefore overall histopatho-
logical features are suggestive of Luminal Unicystic Ameloblastoma (Figure 2(D) & Figure 2(E)).

Due to large size of lesion, involvement of IAN and loss of buccal as well as lingual cortex, our treatment
plan was enucleation followed by open packing and subsequently the involved teeth were removed under GA.
With the help of lower vestibular incision, surgical site was exposed; the lesion looks like capsulated brownish
blue in appearance as well as complete loss of osseous component antero-posteriorly and less than 1cm residual
bone in relation to alveolous and lower border. Thus our main intention was to preserve the periosteum and re-
sidual bone as much as possible to achieve uneventful hard tissue healing during follow-up. The resulting cavity
was properly irrigated and finally packed with iodoform gauze. The wound was evaluated at interval of every 7
days and packed was changed till complete soft tissue healing [9] [10]. In this case complete soft (Figure 1(C))
and hard tissue healing was achieved at about 4" months and 1 year postoperatively respectively. On follow-up,
we noticed slight bleeding during (1%, 2", 3 and 4") dressing that resolved after iodoform pack given and pa-
noramic radiograph was taken after 6 weeks (Figure 3(B)), 4" months (Figure 3(C)) and 1 year (Figure 3(D)).
During one year follow-up we observed uneventful secondary healing and bone regeneration, no sign of recur-
rence clinically and radiographically and no mutilation postoperatively (Figure 1(D)).

3. Discussion

Ameloblastomas are the most common, clinically significant and potentially lethal benign odontogenic tumor [11].
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Figure 1. (A) Extraoral Preoperative photograph, (B) Intraoral Preoperative pho-
tograph, (C) Intraoral Postoperative photograph and (D) Extraoral Postoperative
photograph.

Figure 2. (A) Axial CT, (B) 3D CT, (C) Gross Specimen and (D & E) 10x mi-
croscopic photographs.
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Figure 3. (A) Preoperative OPG, (B) 6 weeks Postoperative OPG,
(C) 4 months Postoperative OPG, and (D) one year Postoperative
OPG.

It may cast a unilocular cystic radiolucency or a multilocular image like soap bubble or the honeycomb appear-
ance. In early stages it grows slowly and silently without clinical signs. Later, it causes migration, tipping and
mobility of teeth; root resorption and paresthesia of the lip. In advanced stages, it may frequently expand and
erodes the cortical plates and invade the soft tissue. At this point the ameloblastoma severely interfere the forms
and functions of the patients on other hand uncontrolled ameloblastoma may causes significant morbidity and
occasional death [12] [13]. They occur mainly in the mandible with incidence of posterior mandible > parasym-
physis region > anterior maxilla > posterior maxilla [14]. According to Kim et al. diagnosis of ameloblastoma in
young people remains in doubt after clinical and radiological examination because some overlaping features
that’s why biopsy is necessary [5] [15]. Differential diagnosis of unicystic ameloblastoma includes dentigerous
cysts, odontogenic keratocyst, residual cysts, adenomatoid odontogenic tumor (AOT), gaint cell lesions and
sometimes solid ameloblastoma. However, keratocyst seldom shows cortical expansion, residual cysts are asso-
ciated with missing teeth, AOT has a predilection for anterior maxilla, central gaint cell granuloma often arises
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anterior to the first mandibular molar and solid ameloblastoma uncommonly in pateints less than 30 years of age
[14].

As per English literatures, there is still controversy about the treatment based on the clinical and/or radiologi-
cal presentation or histopathological characteristics of the tumors. Reported treatment options for ameloblasto-
mas are resection (marginal or segmental) with/without reconstruction, enucleation, curettage, marsupalization
or combination of these techniques with/without some adjunctive procedures (Carnoy’s solution, Cryotherapy
etc). The recurrence rates of ameloblastomas are reported to be as high as 15% to 25% after radical treatment
and 55% to 90% after conservative treatment. On the other hand, recent advances in the understanding of the bi-
ological features of ameloblastomas have lead to more successful conservative surgical treatments [16] [17].
Unicystic ameloblastoma diagnosed as microscopic sub-group A and B can be treated conservatively like care-
ful enucleation with/without adjunctive therapy but if cortical perforation was present than it behaves like solid
ameloblastoma and managed accordingly [1] [4]. A general agreement was made to eradicate these lesions com-
pletely with the help of aggressive surgical approach like resection with or without continuity defects. These
surgical procedures may cause severe deformity postoperatively that adversely affects the physcosocial condi-
tion of the patient particularly in young age [6]-[9].

Previous literatures also reported that, large surgical cavity created by enucleation is better to allowed sec-
ondary wound healing rather than primary closer because it may causes postoperative infection due to presence
of large dead space [3] [6] [7]. Dressing material used to allow secondary wound healing in mouth has following
properties (reduces postoperative pain, promote healing and prevent infection). lodoform is one of them because
they reduces wound fluids by fibrinolytic activity, exhibits antimicrobial activity after topical application and
covers denuded bone surface to reduce pain [10] [18] [19]. Recent literatures also reported that decompression
or marsupialization alters the epithelial lining of KCOT into less aggressive form and some tumors were com-
pletely resolved clinically and radiographically [6] [7]. On the basis of above findings, we preferred enucleation
followed by iodoform gauze dressing for this case to restore its natural forms and functions because patient was
very young.

Zhou H et al. in 2012 reported that, first two dressing required local anesthesia and minor bleeding was ob-
served during fist two months dressing that resolved after repacking. According to him, average duration of
packing was 10.2 months (range 7 - 15 months) by clinical assistants [7]. In our case, no need of local anesthesia
in any dressing, slight bleeding was observed in first 4 dressing that also resolved by repacking and duration of
packing was 4 months. These differences might be due to difference in case handling by clinical assistant and
skilled doctor. Other possible regions were difference of the age of the patients and size of the lesions. Hadziab-
dic N et al. and Yildirim G et al. reported that radiographically complete bone healing was achieved in about 12
months and 16 months respectively [6] [20]. Similar result was found in our case. According to Bhutia O et al.,
if closely related teeth with the tumor are extracted can reduced the rate of recurrence. In our case all associated
teeth were also removed [21]. During follow-up we observed uneventful secondary healing and bone regenera-
tion, no sign of recurrence clinically and radiographically and no mutilation postoperatively.

4. Conclusion

If cortical perforation was encountered in unicystic ameloblastoma a general agreement was made to consider as
a solid or multicystic ameloblastoma and managed accordingly. Management of solid or multicystic ameloblas-
toma is to eradicate the lesions completely by radical surgical procedures. On the other hand, most of unicystic
ameloblastoma was commonly encountered in very young age and such type of surgical procedures causes mu-
tilation that was not accepted. That’s why we preferred a conservative surgical procedure like enucleation fol-
lowed by iodoform gauze dressing to avoid mutilation. During one year follow-up we recorded no recurrence
and uneventful secondary healing. We also recommended long clinical and radiographical follow-up due to its
aggressive behavior.
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