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Congenital gingival granular cell tumours are rare
lesions which have only occasionally been reported in
the UK. Clinical features are of a benign lesion which
occurs almost exclusively in newborn, Caucasian
females and the anterior maxilla is the commonest site.
Treatment consists of local excision and is curative.

The terminology concerning this condition has been
rather confused because of uncertainty regarding the
histogenesis of these tumours and the similar
histological appearance to adults granular cell
myoblastoma occurring at other intraoral sites. The
exact histogenesis of these tumours remains unresolved
and they may be hamartomata.

We describe a new case occurring within the UK,
which illustrates many of the common clinical features
of the condition, with an accompanying literature review.

CASE HISTORY

A Caucasian female was referred a few hours after birth for
urgent plastic surgical assessment with an intraoral swelling
which was interfering with attempts at feeding. She had been
born at term by a normal vaginal delivery following a
normal pregnancy. No other abnormalities were found. It
had been noted that she had a polypoid, congenital swelling
3x3x0.9cm which was superficially ulcerated arising
from the anterior maxillary alveolus (Figure 1). The
differential diagnosis included: odontogenic tumour, ter-
atoma, neuroectodermal tumour and congenital granular cell
tumour.

The initial management included intravenous fluids and
nasogastric feeding. As oral feeding was clearly impossible
for this child while this swelling remained, arrangements for

early elective removal were made. The tumour was excised
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Figure 1 The preoperative appearance of the tumour showing it
arising from the anterior maxillary alveolus (note the nasogastric
tube for feeding)

Figure 2 Section through the tumour (x 400) stained with
haematoxylin and eosin, demonstrating characteristic large round
cells containing granular cytoplasm and a central nucleus

leaving the defect to heal by secondary intention under
general anaesthesia, two days after birth. The patient was
discharged home later the same day as surgery as oral
feeding was readily established post-operatively.
Histopathology confirmed the diagnosis of a completely
excised congenital gingival granular cell tumour (Figure 2).
Immunohistochemical investigation confirmed the diagnosis.
Three months post-operatively the child is thriving with

no evidence of recurrence.

DISCUSSION

Congenital gingival granular cell tumours have usually been
sporadically presented as isolated case reports in British
literature!*, since the first case was described in Germany
in 1871%. The largest reported series comes from data
collected throughout the USA over a period of 30 years,
which reviews 21 of these lesions®.
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This case demonstrates several features which are
characteristic of the condition. The child was female and
Caucasian. The female to male ratio of this condition is
10:17, although a male has been reported in the UK
population?. Where the racial origin of the child has been
reported, only two cases worldwide occurred in non-
Caucasians®. The mass occurred on the anterior maxillary
alveolus, which has been reported as being affected twice as
often as the mandibleS. However, this lesion was unusually
large at 3 X 3 X0.9cm; they are usually less than 1.5cm
diameter’. Local excision is curative for the condition with
no reported recurrences in the literature, even when the
excision has been incomplete®. It has been reported that the
natural history of the condition is for the lesion to
spontaneously diminish in size8, and that treatment should
be conservative unless feeding was interfered with’ (as in
this case).

The terminology of this condition has been confusing due
to continuing uncertainty regarding the histogenesis of the
lesion. Both mesenchymal and odontogenic origins have
been suggested’, and the clinical behaviour has led to the
suggestion that they may be considered hamartomata rather
than neoplasms®. The term ‘epulis’ has been used, but this
simply means swelling on the gingiva and lesions with quite
different pathologies have been grouped together. This
accurate diagnosis has been further complicated by the
similar histological appearance to the oral granular cell
‘myoblastoma’ which occurs in adults at a number of
intraoral sites, most commonly on the tongue. However,
histological differences are noted in that the covering
epithelial hyperplasia so often noted in adult granular cell
tumour is absent in the congenital tumour’.

Immunohistochemical staining can be of use in
distinguishing the two conditions although there is some
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variation in the results obtained. In the noncongenital
granular cell tumours there are usually positive responses to
antigens for $100, and variable responses to myoglobin,
myosin, actin, desmin, a-1-antitrypsin and muramidase.
Congenital gingival granular cell tumour may stain positive
for actin and myosin but not $100 as in our case, but other
authors have found them negative for all markers!0,

In summary a case of congenital gingival granular cell
tumour is reported which on reviewing the literature,
exhibits many of the described clinical features but in
addition is an unusually large example of this rare lesion.
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