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Abstract: As scrotal simple lymphangioma is a rare benign proliferation of lymphatic vessels in the scrotum, a few reports were
documented. A 68-year-old man gradually developed vesicles on the scrotum for ten years and easily ruptured due to friction. Physical
examination showed diffuse millet-sized vesicles on the scrotum with milky white fluids and chyle-like exudates. Histopathological
examination revealed proliferating and dilated lymphatic vessels with various sizes of lumens in the dermis. An immunohistochemical
study showed positive staining for D2-40 and CD31. Therefore, the patient was diagnosed with scrotal lymphangioma and received
carbon dioxide laser therapy. After the treatment, the vesicles markedly decreased, and no apparent exudates were observed. During
one year of the follow-up, no relapse, scars, or other complications occurred.
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Case Report

A 68-year-old man presented with generalized blisters in the scrotum for more than ten years. The patient developed
several pale blisters, ranging from needle tip to grain size, with a smooth surface on the scrotum without obvious cause.
He had no apparent symptoms and was diagnosed with “scrotal eczema” at a local hospital. Although he was given
a glucocorticoid ointment (unspecified), the symptoms did not resolve. In the last three years, blisters increased
significantly and spread over the entire scrotal surface without itching and pain. Some blisters fused into a bulla, and
some blisters ruptured and exuded. Therefore, he came to our hospital for treatment. He had no history of chronic
diseases such as hypertension, diabetes, coronary heart disease, and cerebral infarction and no history of infection such as
tuberculosis and malaria. Similarly, he reported no history of drug or food allergies. The patient’s parents, younger
brother, and sister did not show similar skin lesions.

Physical examination revealed no superficial lymph node enlargement in the groin. The thickened skin and the
deepened folds on both sides of the scrotum were observed. The scrotal surface was covered with numerous blisters
without peculiar smell and tenderness. The blister wall was thick with a clear boundary. The blister was filled with
colorless or reddish serous exudates. Some blisters fused into a bulla (Figure 1A and B). No similar lesions were
observed in other parts of the body.

All laboratory results were normal. The acetowhite test was also negative. The abdominal CT and B-ultrasound
showed no abnormalities. Histopathological examination of the skin revealed that the cystic spaces of dermal cells were
mainly filled with light red serous fluid, and a few inflammatory cells were observed around the cystic spaces, which was
consistent with the pathological diagnosis of lymphangioma (Figure 2A and B). Immunohistochemistry showed positive
CD31 (Figure 2C and D) and D2-40 protein (Figure 2E and F). Therefore, the patient was diagnosed with a simple-
acquired lymphangioma of the scrotum. Thus, the patient received a carbon dioxide laser (CO, laser) to individually
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Figure | (A and B) The patient had bilateral scrotal enlargement, scrotal skin thickened, significantly deepened scrotal fold, the scrotal surface can be seen needle tip to the
size of a grain of rice white blisters, blisters thick wall, part of the blisters fused.

cauterize the blisters at the skin lesions and remove the blisters until normal tissue was visible. The patient was also
instructed to apply potassium permanganate solution (1:8000) to the wounds apart from laser therapy once a day and
fusidic acid ointment twice a day. The patient was followed up continuously, and during one year of the follow-up, no
relapse, scars, or other complications occurred.

Discussion

Lymphangioma (LA) is a benign proliferation of lymphatic vessels." The LA can be divided into three types: simple
lymphangioma, cavernous lymphangioma, and cystic lymphangioma.? The lacunae of simple lymphangioma are usually
located in the upper dermis. They are manifested as clustered, deep, and tension blisters, which can occur in any part of
the skin and mucous membrane, including the armpit, shoulder, neck, proximal extremities, tongue, vulva, and buccal
mucous membrane. However, skin lesions in the scrotum are sporadic.> Cavernous lymphangioma vesicle is the
commonest LA located in the subcutaneous tissue and contains large and thin lymphatic vessels. The clinical manifesta-
tion of spongiform lymphangioma blister is spongy subcutaneous tissue mass or diffuse swelling of subcutaneous tissue
and more invasions of the head and neck skin. Cystic lymphangioma lesions are often located deep in the dermis and
contain large cystic lumens characterized by multilocular and extensive subcutaneous tissue masses. The lesions are
progressively enlarged and may cause dyspnea and death in severe cases.

In our case, the patient presented thick-walled, transparent, round, or flat white blisters in the scrotum with thickened
skin on both sides. According to the history, clinical manifestations, and histopathological and immunopathological tests,
the patient’s symptoms were consistent with the diagnosis of congenital simple lymphangioma. Clinically, the disease
should be differentiated from hemangioma, angiokeratoma, verruca vulgaris, molluscum contagiosum, herpes zoster,
herpes simplex, and verrucous nevus and other infections.* Therefore, in addition to the patient’s medical history, careful
physical examination and histopathologic examination should be performed for diagnosis. The histopathological features
include highly dilated lymphatic vessels with a layer of flat epithelial cells in the tubes. The sac contains much lymphatic
fluid and a few lymphocytes. However, there is no standard treatment for lymphangioma. Currently, treatments include
freezing, surgical resection, electric cauterization, laser therapy, and microwave therapy. Unfortunately, no one treatment
can treat all types of lymphangioma. Therefore, different treatment methods should be adopted for each patients.”

In this case, due to scattered skin lesions with minimal area involvement in the elder, we used a CO, laser to remove
the blisters of lymphangioma, followed by applying potassium permanganate solution by wet compression, and
obtained a satisfactory healing effect. Although surgical resection and reconstruction is the gold standard of
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Figure 2 Skin histopathology and immunopathology examination. (A and B) Skin histopathology showed that the epidermal cells were generally normal. Several cystic
spaces were composed of monolayer endothelial cells in the dermis, mostly filled with light red serous fluid. A few inflammatory cells infiltrated around the cystic spaces (HE,
100x%). (C and D) Immunopathology showed CD31 positive (HE, 100%). (E and F) Immunopathology showed D2-40 positive (HE, 100x).

treatment,‘s’7

it is mainly used for treating deep lesions such as scrotal cavernous lymphangioma and cystic hygroma.
Due to the enormous scope of surgical resection, the influence of surgical resection on the structure and function of the
perineal area cannot be ignored. It has been reported that photodynamic therapy (PDT) has achieved good efficacy in
the treatment of head and neck lymphangioma and female vulvar lymphangioma.®® The patient was treated with
a carbon dioxide laser in our hospital. The skin lesions did not recur after 1-year follow-up. Simple lymphangioma is
common, but the skin lesions on the scrotum are rare. This special case provided a reference for other similar
symptoms. Accurate diagnosis of the pathological type of blisters is helpful to better symptomatic treatment and

improve the therapeutic effect.

Consent Statement

Informed consent for publication of the case details and associated images was obtained from the patient, and all
procedures were performed in accordance with the Helsinki Declaration. Institutional approval was not required to
publish the case details.
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