Archives of the Balkan Medical Union
Copyright © 2019 Balkan Medical Union

vol. 54, no. 2, pp. 379-383
June 2019

CASE REPORT

GLOBULOMAXILLARY CYST: DOES IT STILL EXIST?
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ABSTRACT

Introduction. The globulomaxillary cyst has been
under controversy the last few years as an entity of its
own. Nevertheless, there are cases of nonodontogenic
cysts which cannot be categorized elsewhere.

Case report. We describe such an entity, located in
the region of the maxillary lateral incisor and the ad-
jacent canine in a 17-year old patient discovered due
to radiology examination. Excision of the mass was
performed, a histological examination revealing a cyst
lined with ciliated columnar and squamous epithelium
followed to confirm the diagnosis of a nonodontogenic
cyst.

Conclusions. The scientific debate on the globulo-
maxillary cyst reveals a controversial or even inappro-
priate term, but one cannot deny that such kind of oral
cysts exists and needs further attention.

Keywords: nasal septum, nonodontogenic cysts, epi-
thelium, canine, incisor.
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REsumE

Le kyste globulomaxillaire, existe-t-il encore ?
Rapport de cas

Introduction. Le kyste globulomaxillaire a fait 'objet
d’une controverse ces derniéres années en tant qu'enti-
té distincte. Néanmoins, il existe des cas de kystes non-
odontogenes, qui ne peuvent pas étre classés ailleurs.
Rapport du cas. Nous décrivons une telle entité, si-
tuée dans la région de 'incisive latérale maxillaire et
de la canine adjacente chez un patient de 17 ans, dé-
couverte suite a un examen radiologique. Une excision
de la masse a été réalisée. Un examen histologique ré-
vélant la présence d’un kyste tapissé d’épithélium cylin-
drique cilié et squameux a ensuite été confirmé pour
affirmer le diagnostic d’'un kyste non-odontogene.
Conclusions. Le débat scientifique sur le kyste globu-
lomaxillaire révele un terme controversé, voire inap-
proprié, mais il est indéniable que ce type de kystes
buccaux existe et nécessite une plus grande attention.

Mots-clés: cloison nasale, kystes non-odontogénes,
épithélium, canin, incisive.
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INTRODUCTION

The last decades, the so-called “globulomaxil-
lary cyst“ has been under controversy as an entity
of its own. Globulomaxillary cysts are considered
to be a type of developmental cysts. The most ap-
propriate definition seems to be a nonodontogenic
translucence cyst which develops in the region of the
maxillary lateral incisor and the adjacent canine'.
Globulomaxillary cysts are being evolved in the glob-
ular and maxillary process fusion area with an etiolo-
gy similar to oral and facial clefts, which explains why
they are classified as nonodontogenic fissural cysts.
However, some clefts are not localized precisely on
the premaxillary and maxillary process fusion area
and their etiology as globulomaxillary cysts is strongly
questioned?. Ferenczy, was the first to propose that
the point of fusion of the embryonic processes was
anterior to and not at the bone suture seen between
the maxillary lateral incisor and canine teeth (the
globulomaxillary, incisive, or premaxillary-maxillary
suture), the suture in which the cyst was believed to
form’. Intraorally, a globulomaxillary cyst presents as
a soft-tissue swelling of the maxillary anterior muco-
labial fold, lateral to midline leading to obliteration
of the nasolabial fold. The teeth involved seem to
preserve full vitality. The cyst in most cases presents
the characteristic shape of a reverse pear™*>,

The first description of this type of cyst was
made by Thomas in 1937°. Since then, several stud-

ies propose the elimination of the term as a self-suffi-
cient entity"’. Nevertheless, there are more than a few
reports in the literature of true globulomaxillary cysts
which cannot be ignored®%2,

Figure 1. Globulomaxillary cyst showing the characteristic inverted pear-shaped
appearance between the maxillary canine and lateral incisor, X-ray (small image).
Panoramic X-ray demonstrating the globulomaxillary cyst (large image).
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CASE REPORT

We describe a case of a nonodontogenic cyst in
a young male, which can, to our knowledge, only be
categorized as a globulomaxillary cyst.

The mentioned variation was discovered in a 17
years-old male patient, who presented to the outpa-
tient department. The patient complained of a dislo-
cation of his upper left anterior teeth, observed the
last 3 months without pain or other symptoms the
preceding months The boy had good growth, the ex-
pected weight and stature for his age and no health
problems. His past medical, dental, and family history
were uneventful. Additionally, his teeth were intact,
no toothache and loosening of teeth were mentioned.
Clinical examination revealed a small soft spherical
swelling at the site of left upper lateral incisor which
on palpation was nontender, solitary and immobile.
The mass had the same characteristics on intraoral
examination as well. The general physical examina-
tion and lymph node examination did not reveal any
abnormalities. Radiographical examination revealed
a well-defined pearshaped mass of 1.5x2cm at the left
maxillary region over the upper lateral incisor and
canine (Figures 1 and 2). Due to the clinical and ana-
tomical characteristics we assumed that it was prob-
ably a globulomaxillary cyst. Excision of the mass
was performed (Figures 3 and 4), followed by histo-
logical examination which revealed a cyst lined with
ciliated columnar and squamous epithelium, which
confirmed the diagnosis of a nonodontogenic cyst.

DiscussioN

Oral origin masses are classified as those of
non-odontogenic (fissural) origin which develop from

Figure 2. A pear-shaped mass lo-

cated at the left maxillary region

over the upper lateral incisor and
canine, local x-ray.
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Figure 3. A globulomaxillary cyst located on the left side,
surgical excision.

the trapped epithelium because of the fusion of up-
per jaw bones and those of odontogenic origin which
arise from tooth developing epithelium. The first cat-
egory includes the globulomaxillary, nasopalatine,
median palatal and nasolabial (naso alveolar) cysts
and the second includes the dentigerous cysts, pri-
mordial cysts, odontogenic keratocysts and residual
cysts’.

Globulomaxillary cysts are fissural cysts of nono-
dontogenic origin which are located in the globular
and maxillary process fusion area, with an etiopatho-
genesis similar to that of oral and facial clefts"*. The
most likely cause seems to be an epithelial entrapment
between the nasal and maxillary process, as they
are categorized as nonodontogenic cysts’. However,
many kinds of tumors might develop in the globulo-
maxillary area, such as periodontal cysts, radicular
cysts and keratocystic or adenomatoid odontogenic
tumours'. The classic globulomaxillary cyst image
in radiology is that of an inverted pear-shaped or
tears-shaped, with well-defined radiolucency between
the separated roots of lateral incisor and canine’.
This should be differentiated from the anatomic
depression in the labial plate between the maxillary
canine and lateral incisor. Due to that fact a careful
recording of the case history, a precise clinical ex-
amination, adequate imaging and a histopathological
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Figure 4. The globulomaxillary cyst after excision.

report are necessary in order to provide the correct
diagnosis and the appropriate treatment.

According to the available literature, a mass
could be considered as globulomaxillary cyst if it
meets the following criteria: (a) Globulomaxillary
location and vitality of associated teeth (which are
considered as clinical criteria), (b) Shape of a reverse
pear and divergence of the roots of the associated
teeth (which constitutes the radiographic criteria) and
(c) The nature of the lining of the cyst (which is an
histologic criterion)?. The mass in our case followed
all the above-mentioned criteria, leading to a safe di-
agnosis. As no other nomenclature can describe such
a lesion, we adopt the term “globulomaxillary cyst* in
accordance with other similar studies*®'?. According
to Huston et al in 2017, such a type of cyst presents
specific features that cannot match to other poten-
tial diagnoses®. Hiring et al in their study, after a
comprehensive analysis of literature, concluded that
globulomaxillary cyst does not seem to be an entity
of its own and thus it should not be classified as one.
They suggest that the term globulomaxillary should
be used only in order to define a lesion between the
maxillary lateral incisor and the adjacent canine’.
According to them, the final diagnosis could occur
only after a thorough clinical, radiological and his-
topathological examination!’. A fact that confirms
the controversy around the term of globulomaxillary
cyst is that it was not published and recognized as an
entity at the WHO classification of head and neck
tumors of 2005'. On the other hand, this cannot
be an important argument, as Dammer et al (2014)
mention in their study, highlighting that odontogenic
jaw cysts are not included at all in the 2005 classi-
fication. Additionally, the globulomaxillary cyst has
been in the WHO classification since 1970 when it
was firstly introduced, although it was removed in
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Figure 5. A well-defined, round, unilocular radiolucency
with corticated border in between the displaced roots of 22 and 23, Reddy et al, 2017.

newer editions. However, the term may not be in-
cluded but the description remains, as a fissural cyst
of entrapped epithelium between the globular por-
tion of the medial nasal and maxillary processes'°.
Nevertheless, it remains a “shady* and unspecified
entity which needs further research in order to ob-
tain a more descriptive and specific classification.

Globulomaxillary cysts constitute 17% of all
nonodontogenic and nonepithelial cysts of the jaws
as reported in earlier studies. However, a meta-anal-
ysis demonstrated that many of the original diagno-
ses were incorrectly announced. A pulpless central
incisor, odontogenic keratocysts, adenomatoid od-
ontogenic tumors, radicular cysts, surgical defects,
myxomas, anatomic variations, giant cell granulomas,
and periapical granulomas may mimic and masquer-
ade a globulomaxillary cyst'*"°. There is a case report
presenting a panoramic radiograph which revealed a
unique solitary, well-defined, round, unilocular radio-
lucency with corticated border overlying the displaced
roots of 22 and 23 (Figure 5)'°. Aisenberg and Inman
announced a very rare case of ameloblastoma arising
from the epithelium of a nonodontogenic globulomax-
illary cyst'”. Robinson et al noted in a GBC both strat
ified, squamous, and ciliated columnar epithelium,
with clinical, radiographic, and microscopic evidences
compatible with a diagnosis of an infected GBC'®,

A globulomaxillary cyst might lead to disposi-
tion of teeth involved or inflammation. Rarely, a
globulomaxillary cyst might enter the nasal cavity”%"
causing nasal obstruction, bleeding, inflammation
and cosmetic deformity. Thus, the certain diagnosis
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and rapid treatment with excision of the cyst are es-
sential’’, The excision can be a simple procedure per-
formed by sub-labial approach, which helps avoiding
any cosmetic deformity. It is essential to avoid rapture
of the cyst during the surgery, as that could lead to
the release of its epithelium cells and the possible re-
currence of the mass. Trepanning seems to be an in-
appropriate method in the cases of globulomaxillary
cyst, as it might result to unnecessary injury and lose
of vital teeth'®. As it was mentioned before globulo-
maxillary cyst is always accompanied by vital teeth.
This seems to be another reason why the correct di-
agnosis in such masses is rather important.

CoONCLUSIONS

Globulomaxillary cysts might be a subject of con-
troversy and a dying term; nevertheless, entities as the
one observed in our case cannot be categorized in any
other type of pathological lesions. Odontogenic and
nonodontogenic masses present many similarities as
far as their clinical image is concerned. Nevertheless,
they require different treatment, thus the knowledge
of their histological, topographic and radiologic char-
acteristics is essential for the final diagnosis. This fact
combined with that of the term globulomaxillary cyst
being disputed highlights the need of a new classifica-
tion including and describing all the types of these
entities. Finally, the nomenclature of the globulomax-
illary cyst might be controversial or even inappropri-
ate but no one can denies that such kind of oral cysts
exists and needs treatment.
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