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ABSTRACT

Background: Ameloblastoma is the most common odontogenic tumour, infamous for recurrence and invasive
growth. Among its various types multicystic ameloblastoma is the most frequently encountered subtype,whereas
unicystic ameloblastoma is a variant of solid or multicystic ameloblastoma. The clinical and radiologic features
can mimic cystic lesions of odontogenic or inflammatory origin. Keeping this point in mind it becomes essential
for us to make correct diagnosis of the lesion with the help of histopathologic evaluation, which will lead to

proper planning of treatment modalities thereby lowering chances of recurrence of the lesion.
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INTRODUCTION

Ameloblastoma is the most commonly
encountered tumour of odontogenic originlll. The
neoplasm was first described by Cusak in 18272,
The name comes from old french word “Amel”
meaning enamel and greek word “Blastos” meaning
germ or bud[3]. The term ameloblastoma was coined
by Ivey and Churchill in 1930, a currently accepted
term[451. According to the definition given by World
Health Organisation it is locally invasive
polymorphic neoplasia that often has a follicular or
plexiform pattern in a fibrous stromalel.

CASE REPORT

A 60 years old female patient came to our
department with complaint of swelling in right back
region of lower jaw since 06 months. The family
history and personal history did not revealed any
significant information. She underwent surgery for
the same twice in separate institutions. The patient
was of average build, well nourished with normal
gait and vital signs. A diffuse swelling was seen in

plexiform ameloblastoma, follicular ameloblastoma,

lower right one third of face measuring
approximately 1cmx 1cm diameter extending from
1lcm away from angle of mouth to 2cm before angle
of mandible, mesiodistally and 1cm above the lower
border of mandible, superoinferiorly(fig.1). Intra
oral examination revealed buccally tilted 46 and
lingually tilted 47 along with buccal and lingual
cortical plate expansion(fig.2). Radiographs
revealed unilocular radiolucency with buccolingual
cortical plate expansion (fig.3, 4). On aspiration
straw cloured fluid was obtained but cytology was
non conclusive. Dentigerous cyst was considered for
provisional diagnosis. The cystic specimen obtained
was of dimensions 4x2.5x2 cm(fig.5). The
histopathologic examination demonstrated the
presence of lining epithelium of varying
thickness(fig.6). At many fields cells were showing
tall columnar appearance with polarized nucleus
and superficial cells resembled the stellate
reticulum like cells(fig.7). Invading islands of
ameloblastoma were identified within the
connective tissue capsule. Plexiform pattern of
proliferation of the lining epithelium was identified
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Fig 4: 3D CT showing buccal cortical plate
perforation.

Fig 5: Resected Specimen.
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Fig 3: CT scan showing buccolingual expansion of Fig 6: Lining epithelium showing variable thickness.
cortical plates of mandible.
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Fig 7: Superficial cell layer showing stellate
reticulum like cells.

Fig 8: Invading ameloblastomatous islands into the
cyst wall.

Fig 9: Ameloblastomatous proliferations projecting
into the cyst lumen.

in some fields(fig.8). Ameloblastomatous

proliferations were found to be projecting into the
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cystic lumen at few places(fig.9). Based on these
findings a report of unicystic ameloblastoma with
mural and intraluminal proliferation was given.

Based upon the histopathologic and clinical
scenario a hemimandibulectomy of the affected side
under general anesthesia was performed. Patient
could not afford microvascular reconstruction thus
a temporary reconstruction measure with titanium
reconstruction plate was attempted. Primary
closure was done layer wise. The patients stay was
uneventful and is recalled periodically for
evaluation.

DISCUSSION

The ameloblastoma is a true neoplasm of
enamel organ type tissue which does not undergo
differentiation to the point of enamel formation!7l. It
arise from either neoplastic transformation of
odontogenic cyst epithelium or from residual
epithelial rests left over from the formation of teeth,
such as remnants of the enamel organ (reduced
enamel epithelium) found over the crown of an
unerupted tooth, remnants of Hertwig's epithelial
root sheath (rests of Malassez) in the periodontal
ligament or remnants of the dental lamina (rests of
Serres)8l°LIt has been emphasized by clinicians all
around the globe that ameloblastoma is benign in
nature with local aggressiveness. According to the
World Health Organisation, ameloblastomas are
classified into following types; conventional,
unicystic peripheral and desmoplastic typel10. Of all
the documented cases 20% can be found in the
maxillary region and is of particular importance
because of their close proximity to vital structures,
making it difficult for the surgeon to obtain a clear
margin. Out of the remainig 80% of the cases
occuring in mandible, majority can be found in
ascending ramus and molar area followed by
premolar and anterior jaw bone areal'll. The usual
age group of the affected patients is found to lie
between fourth and fifth decade of life, whereas the
unicystic variant is found to be affecting the patients
in the age group of second and third decade of
lifel121113](14] Clinical symptom wusually seen is
swelling of jaw bone of variable dimension.
Radiological features of ameloblastoma divides this
lesion into three categories having distinct features,
the most common being the multilocular pattern
showing cystic spaces which are either in group or
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separated by bony septa exhibiting a soap bubble
appearance. The second and third form being honey
comb and unicystic appearance with well
demarcated border respectively(!5.The term
unicystic was coined by Robinson and Martinez in
the year 1977 and is justified by the fact that both
macroscopic and microscopic appearance of the
lesion as this type of lesion is having a well defined
single cystic sac lined by odontogenic epithelium!16l,
Whether unicystic ameloblastoma originated de
novo as a neoplasm or whether it is neoplastic
transformation of non neoplastic cyst epithelium is
matter of long standing debate.They are
characterized by slow growth rate and relativey
local aggressiveness(!7l. The early ameloblastic
changes within the cyst wall were first described by
Vickers and Gorlin in 1970, and their identification
criterion included a cyst lined by ameloblastic
epithelium with a tall columnar basal
layer,subnuclear vacuoles, reverse polarity of
hyperchromatic nucleus and a thin layer of
oedematous , degenerating stellate reticulum like
cells on the surfacel'8l. According to the
classification given by Ackermann based on
clinicopathologic study of 57 cases three histologic
types can be identified which are: 1) luminal
unicystic ameloblastoma (tumor confined to the
luminal surface of the cyst),
2)intraluminal /plexiform unicystic ameloblastoma
(nodular proliferation into the lumen without
infiltration of the tumour cells into the connective
tissue wall), 3) mural unicystic
ameloblastoma(invasive islands of
ameloblastomatous epithelium in the connective
tissue wall not involving the entire epithelium)°l.
Later the classification was modified by Philipsen
and Reichart which is: subgroup 1: luminal unicystic
ameloblastoma,  subgroupl.2:  luminal and
intraluminal, subgroup 1.2.3: luminal, intraluminal,
intramural, subgroup1.3: luminal and intra
murall20.When compared to solid and multicystic
ameloblastomas , unicystic ameloblastomas are
believed to be less aggressive and respond well to
conservative management including enucleation,
curettage and marsupialization. More aggressive
surgical interventions such as resection should be
deferred until recurrence occurs. Unicystic
ameloblastoma has a strong tendency to recur
particularly when the ameloblastic component
penetrates the adjacent tissue structure. For
effective treatment of this lesion proper diagnosis
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is of paramount importance. Among various
diagnostic tools, histopathology plays a vital role in
proper diagnosis of the lesion. The next tool for
diagnosis is molecular markers which may be
helpful by identifying cell surface markers like
proliferating cell nuclear antigen, Ki67 and
calretinin present in ameloblastomatous lesion.
Radiographs can also be a helpful tool for providing
early detection of the lesion, particularly CT over
other radiographs. It has proven its superiority over
other radiographs in detection and delineation of
intraosseous lesions and their impact on adjacent
tissues. Based on these diagnostic aids proper
treatment planning can be achieved whether
conservative or radical surgical procedure.
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