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ABSTRACT
A 4 1/2 –year-old boy with Down syndrome (DS) presented a tongue 
botryomycoma which recurred after complete surgical resection; then 
spontaneously regressed. Beside Riga-Fede disease reported in DS it is 
a first observation of a tongue botryomycoma in this genetic condition.
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CASE REPORT
A benign oral tumor may sometimes mimic a malignancy, 
particularly when it recurs after surgical excision. We report the first 
observation of botryomycoma (pyogenic granuloma) of the tongue in 
a young boy with Down syndrome (DS) which recurred after surgical 
resection and eventually spontaneously regressed.
    A 4 ½-year-old boy with DS presented an abnormal growth on 
the left side of its anterior tongue which appeared progressively in 
few weeks. The child was treated for mild hypothyroidism. He had 
experienced recurrent otitis and bronchitis. He was the second child 
of a family without particular history of cancer or benign tumors. 
The child had difficulties to eat and progressively avoided solid food. 
He also had difficulties to speak. A sharp tooth close to the abnormal 
growth was filled. The tumor was well limited, and sometimes 
bleeding. The surgical resection completely removed the whole tumor 
with a minimal histological margin of 0.5 cm of normal tissue. The 
1.1 × 0.8 cm nodule had the aspect of a well-defined botryomycoma 
with capillary sized vessels in a loose and edematous stroma. The 
surface was partly ulcerated. There were no important nuclear 
anomalies and no excess of mitoses. Four months after resection 
the lesion rapidly recurred and reached a similar size as before its 
resection (Figure 1). Given the histological features indicating a 
benign probably reactive tumor, a wait and see policy was decided by 
the surgeon and parents. The lesion progressively disappeared, and 
did not recur 24 months after surgery. There remains only a slight 
white bulge (Figure 2). The child did not receive a particular medical 
treatment for his tumor or for another medical problem during this 
period.
    Botryomycoma, so called pyogenic granuloma is a common 
vascular lesion occuring in children and adults, appearing mainly 
in the face and upper extremity. Pyogenic granuloma is a misnomer 
since the lesion is neither pyogenic nor granulomatous. It is a 
reactive like lesion which may arise following local irritation, 
traumatic injury, hormone effects or some medications in adults[1]. 
A retrospective study found that only 15/202 (7.8%) botryomycoma 
occur in oral cavity, often on the gingiva and rarely on the tongue[1]. 
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 Figure 2 After spontaneous regression remains a small white bulge.

Figure 1 After surgery the recurring tumor had the same size as before 
resection.

The lesion is usually treated by surgical resection, cryotherapy, or 
dessication after histological control[1]. Botryomycoma may rarely 
spontaneously disappear, Usually the lesion is treated by surgical 
resection after histological control[1].
    Benign tumors of the tongue are rarely reported in children and 
adults with DS[2]. A fibro-proliferative polyp with fibrous architecture 
different from a botryomycoma has been resected from the left border 
of a tongue in a young boy with DS[3]. Three cases of Riga-Fede 
disease of the ventral tongue have been described in young children 
with DS[4]. These traumatic reactive lesions with indurated well 
defined borders which contains many lymphocytes, macrophages, 
plasma cells and numerous eosinophils. Rega-Fede disease may 
disappear after removal of the traumatic cause, smoothening 
of incisor edges or covering dental edges with composite resin. 
Recurrence of a resected botryomycoma rarely occurs and must not 
be considered as the indication of a malignant process. 

    We are not aware of a previous report of a cutaneous or oral 
botryomycoma in an individual with DS[5] and of other regressing 
malignant or benign solid tumors in DS[5]. Although tumors of the 
tongue may be impressive in a young child with DS, they usually are 
of reactive nature and may spontaneously disappear. A histological 
control may be useful to discard a very unlikely malignant lesion.
    A grant from the Fondation Jérôme Lejeune supports the study of 
tumors in Down syndrome.
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