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Abstract
BACKGROUND
Syringocystadenoma papilliferum (SCAP) represents a rare, noncancerous adnexal tumor predominantly presenting at birth or in early childhood.

CASE SUMMARY
In this study, a 35-day-old girl was admitted to Kunming Children’s Hospital in October 2019 due to a lesion in the right frontotemporal region since birth. The surface of the lesion was bright red, granular, and papillary and easily bled upon touch, with about 1.5 cm × 4 cm in size. A subcutaneous mass was felt at the base of the lesion, with a size of about 3 cm × 5 cm. Dermatoscopy showed that the skin lesion was lobular and crumby. The lesion center was reddish or white, while the edges were white or yellowish band-like. There were polymorphic vascular structures and white radial streaks in the lesion, with some vascular clusters scattered. Pathological examination showed papilloma-like hyperplasia of the epidermis, with the epidermis partly sinking into the dermis to form several cystic depressions. Combining clinical and histopathological features, the child was diagnosed with SCAP. Follow-up is ongoing, and surgical resection will be performed.

CONCLUSION
This was a special clinical manifestation of SCAP, which complements the clinical manifestations of the disease and provides new insights for the diagnosis and differentiation of neonatal skin tumors.
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Core Tip: Syringocystadenoma papilliferum (SCAP) is a benign skin adnexal tumor whose origin and pathogenesis are unknown. The case reported here had a special clinical manifestation of SCAP. At birth, the skin lesion was bright red, papillary, and granulation-like, with a subcutaneous mass, surface exudation, and ease of bleeding upon touch, similar to the mature skin lesions of previous cases that had increased with age. The girl described in this report had a special clinical manifestation of SCAP, which complements the clinical manifestations of the disease and provides new insights for the diagnosis and differentiation of neonatal skin tumors.

INTRODUCTION
Syringocystadenoma papilliferum (SCAP), also known as syringocystadenomatosus papilliferus, represents a rare, noncancerous adnexal tumor presenting at birth or in early childhood in half of cases and developing during puberty in another 15%-30% of cases[1]. The lesion has various clinical signs (e.g., presenting as a hairless area on the scalp); SCAP is believed to be related to sebaceous nevus of Jadassohn[2]. There are three known clinical forms of SCAP, including plaque, solitary nodular, and linear, and the majority of lesions are found in the head and neck region. SCAP is associated with other noncancerous adnexal tumors, including nevus sebaceous, apocrine nevus, tubular apocrine adenoma, apocrine hidrocystoma, apocrine cystadenoma, and clear cell syringoma[3]. We here report a 35-day-old girl admitted to Kunming Children’s Hospital in October 2019 due to a lesion in the right frontotemporal region from birth, who was diagnosed with SCAP based on clinical and histopathological features.

CASE PRESENTATION
Chief complaints
A 35-day-old girl was admitted to Kunming Children’s Hospital in October 2019 due to a lesion in the right frontotemporal region.

History of present illness
The lesion was found at birth, as a subcutaneous mass with granular and papillary surface. The patient was firstly diagnosed with “cavernous hemangioma”, without treatment. The skin lesion easily bled upon touch, and showed repeated ulceration, erosion, and scab formation. There was no obvious enlargement of the lesion and subcutaneous mass from birth until now.

History of past illness
The patient was born at 38 wk of pregnancy, with a birth weight of 3.1 kg and no perinatal infection or suffocation.

Personal and family history
The patient had no specific personal and family history.

Physical examination
Physical examination revealed good general condition. The vital signs were stable, and no other abnormality was found. Dermatological examination showed a red lesion in the right frontotemporal region, with thick brown scab on the surface. After cleaning the scab, the surface of the skin lesion was bright red, appearing like granulation tissue. The lesion was granular and papillary and easily bled upon touch, with about 1.5 cm × 4 cm in size. A small amount of pale yellow thin secretion was observed on the lesion surface. There was a pedicle at the base of the skin lesion. A subcutaneous mass was felt at the base of the lesion, with slightly hard texture and a clear boundary. The mass expanded beyond the red area, with a size of about 3 cm × 5 cm. The surrounding skin had no redness or swelling, and the mass showed no tenderness (Figure 1).

Laboratory examinations
Blood routine test showed lymphocyte count at 4.51 × 109/L (1.0-3.0 × 109/L), lymphocyte percentage at 60.60% (20%-40%), neutrophil percentage at 30.80% (50%-70%), platelet count at 528 × 109/L (100-300 × 109/L), platelet hematocrit at 0.52% (0.108%-0.282%), and platelet distribution width at 10.0 fL (15.5-18.1 fL). The remaining indicators were unremarkable. Surface secretions were cultured for 48 h, and three plasma coagulase tests were negative; meanwhile, mixed growth of Staphylococcus was detected, with no Haemophilus isolated. Stool routine, urine routine, liver function, and kidney function tests were normal. These laboratory findings did not point to any specific diagnosis.

Imaging examinations
[bookmark: _Hlk54004097]Skull plain computed tomography (CT) and enhanced scans showed slightly thickened subcutaneous soft tissue of the right temporal region, and the stripes showed a high-density shadow, with a CT value of about 31 HU. Enhanced CT showed enhancement, with a CT value of about 61 HU. No obvious signs of damage were seen in the adjacent skull. There were no lesions with definite abnormal density in the brain parenchyma (no obvious abnormal enhancement). There was no enlargement, stenosis, or occlusion in the ventricular system; no widening of subarachnoid space of each ventricle or displacement of the midline structure was found.

Further diagnostic work-up
Dermatoscopy showed that the skin lesion was lobular and crumby. The lesion center was reddish or white, while the edges were white or yellowish band-like. There were polymorphic vascular structures and white radial streaks in the lesion, with some vascular clusters scattered (Figure 2).
Pathological examination showed papilloma-like hyperplasia of the epidermis, with the epidermis partly sinking into the dermis to form several cystic depressions, lined with stratified squamous epithelium. Glandular cavity-like structures were seen in the dermis, with some opened into the epidermis. A large number of lymphocytes, neutrophils, and plasma cells infiltrated in the interstitial area was observed, as well as splinter hemorrhage. The cavity wall and villous epidermis of the glandular cavity were composed of two layers of epithelial cells; the inner layer included columnar cells, with oval and eosinophilic nuclei and abundant cytoplasm; apocrine secretion was observed (Figure 3).

FINAL DIAGNOSIS
Combining clinical and histopathological features, the child was diagnosed with SCAP[1-3].

TREATMENT
Due to young age, the patient was recommended to return to the hospital at 6 mo of age for elective surgery.

OUTCOME AND FOLLOW-UP
At the end of February 2020, the girl’s parents were contacted by telephone. The child was 5 mo old. The lesion had not increased significantly, the surface was scabbed, and it still easily bled upon touch, similar to the condition at 1 mo of age. There was no obvious enlargement of or protuberance in the subcutaneous mass. Follow-up is ongoing, and surgical resection will be performed.

DISCUSSION
SCAP was a benign skin adnexal tumor whose origin and pathogenesis are unknown. Some scholars believe that it originates from large and small sweat glands or pluripotent stem cells[4]. It was firstly reported by Petensen in 1982 (reference unavailable), and there are currently few reported clinical cases. SCAP shows a smooth surface at the beginning and a verrucous bulge later. The clinical manifestations of individual skin lesions are very different and may include an infiltrating patch, a papilloma, and verrucous or keratinized nodules. The case reported here had a special clinical manifestation of SCAP. At birth, the skin lesion was bright red, papillary, and granulation-like, with a subcutaneous mass, surface exudation, and ease of bleeding upon touch, similar to the mature skin lesions of previous cases that had increased with age.
Most SCAP occur in the head and neck region, and unusual locations comprise the buttock, vulva and scrotum, pinna, eyelid, outer ear canal, postoperative scar, scalp, nipple, thigh, axilla, and back[3]. Several reports have described cases with SCAP originating from the nevus sebaceous in older women[5-7]. However, no previous clinical report described a case similar to the present one. SCAP could be accompanied by other skin tumors, such as sebaceous nevus, apocrine adenoma, ductal eccrine carcinoma, basal cell carcinoma, trichoepithelioma, and cutaneous horn. In the current case, the patient was young and diagnosed at an early age, and the above-mentioned complications were not found.
Currently, SCAP is mainly treated by laser, cryogen spray cooling, or surgical resection. Surgical resection would be the most effective treatment method at the present stage. However, for lesions on the head and face, especially large ones, it is necessary to consider the appearance after surgical resection, and the possibility that incomplete resection is prone to recurrence and the potential for transformation into cancer[8,9]. Recently, it was found that the pathogenesis of SCAP might be associated with HRAS and BRAF V600 mutations[10-12]. Vemurafenib could target cells with V600E mutations, and might also benefit SCAP patients with BRAF V600E mutations, bypassing the shortcomings of existing treatment methods[12,13]. Further assessment of the current patient will determine whether she has such mutations.

CONCLUSION
SCAP was a benign skin adnexal tumor whose origin and pathogenesis are unknown. The case reported here had a special clinical manifestation of SCAP. At birth, the skin lesion was bright red, papillary, and granulation-like, with a subcutaneous mass, surface exudation, and ease of bleeding upon touch, similar to the mature skin lesions of previous cases that had increased with age. The girl described in this report had a special clinical manifestation of SCAP, which complements the clinical manifestations of the disease and provides new insights for the diagnosis and differentiation of neonatal skin tumors.
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Figure Legends
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Figure 1 Macroscopic features of the lesion. The child presented a red lesion in the right frontotemporal region, which was granular and papillary (about 1.5 cm × 4 cm). A pedicle can be seen at its base. A hard and clearly delineated subcutaneous mass was felt at the base of the lesion, expanding beyond it (about 3 cm × 5 cm).
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Figure 2 Dermatoscopic appearance of the lesion. The infiltration method was used (× 50). A: The skin lesion had lobular and crumby structures. Its center was reddish or white while the edges were white or yellowish, band-like; B: There were polymorphic vascular structures and white radial streaks in the lesion, with some vascular clusters scattered.
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Figure 3 Histopathological findings. The sample from the syringocystadenoma papilliferum case was submitted to hematoxylin-eosin staining. A: Papilloma-like hyperplasia of the epidermis, with the epidermis partly sinking into the dermis to form several cystic depressions, lined with stratified squamous epithelium (× 40); B: Glandular cavity-like structures in the dermis, with some opened into the epidermis. Large amounts of lymphocytes, neutrophils, and plasma cells were infiltrated in the interstitial area, with splinter hemorrhage (× 100); C: The cavity wall and villous epidermis of the glandular cavity were composed of two layers of epithelial cells; the inner layer included columnar cells, with oval and eosinophilic nuclei and abundant cytoplasm; apocrine secretion was observed (× 200).
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