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Cutaneous pseudolymphomas after leech therapy

Dear Editor,

Leeches are increasingly used by alternative medicine and their

complications are usually infectious. We report a case of sev-

eral pseudolymphomas developed after lumbar bites of

leeches used for chronic low back pain.

A 77-year-old woman was referred to our Department of

Dermatology for evaluation of four nodules symmetrically dis-

tributed on the lower back. This patient was hospitalized to

undergo an invasive decompressive spine surgery for a lumbar

spinal stenosis with low back pain and neurogenic claudica-

tion. These lesions had appeared several weeks prior, were

asymptomatic and there was no history of previous invasive

lumbar procedure.

Physical examination revealed four firm and erythematous

nodules, geometrically distributed on the lower back around

L3–L4 (Fig. 1a). Histological examination from a punch biopsy

specimen showed a dense superficial and deep dermal infil-

trate composed mainly of lymphocytes with some histiocytes,

plasma cells and eosinophils. The T-cell receptor gene rear-

rangement had a negative result. Immunohistochemical stain-

ing was equally balanced CD3/CD20 and CD4/CD8, CD30�

leading to the diagnosis of pseudolymphoma (Fig. 2). Tissue

cultures failed to identify any microorganisms.

Finally, the patient told us as that 1 year prior, she had

undergone hirudotherapy for her back pain in a private alterna-

tive medicine clinic in Geneva. The nodules developed several

months later, at the site where the leeches were applied (pic-

ture taken by the husband, Fig. 1b).

She was treated with topical and then intralesional corticos-

teroids with a favorable outcome.

(a)

(b)

Figure 1. (a) Four firm and erythematous nodules, geometri-

cally distributed on the lower back around L3–L4. (b) Patient

undergoing leech therapy 1 year prior.
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Leech therapy (or hirudotherapy) is re-emerging in health care

today, particularly in plastic and reconstructive surgery to treat

venous congestion in microvascular replantations and free flaps.

It has also been used in the treatment of osteoarticular pain,

notably in osteoarthritis of the knee.1 There are more than 600

different species of leeches, but Hirudo medicinalis is the most

used one in medicine. This is a hermaphrodite worm, which has

two suction cups at its ends: the larger rear end is used to crawl

and fix, and the more slender front end hides a Y-shaped

retractable triple jaw (70 pairs of sharp teeth on each jaw) and

produces salivary secretions with antiplatelet and anticoagulant

function such as hirudin, a potent inhibitor of thrombin.

The most common and serious complication of hirudothera-

py is cutaneous infection, mainly with Aeromonas hydrophila, a
Gram-negative bacillus which is present on the surface, in the

mouth and in the digestive tract of leeches. Its incidence

ranges 7–20%.2,3 Additionally, leeches can move from the

desired treatment site to another, an action often called “leech

migration”.4

Cutaneous pseudolymphomas generally occur after arthro-

pod bite, foreign body, Borrelia burgdorferi infection or under

systemic medication, and have rarely been described after hi-

rudotherapy.5,6 After piercing the skin and injecting hirudin and

anesthetics, the leech sucks out blood. This pseudolymphoma-

tous reaction may be due to the bite caused by the sharp teeth

of the leech, to substances released, or even to an infectious

agent inoculated during the treatment even though in our case

tissue cultures were sterile. The presence of the skin lesions

only at the sites of contact with the anterior end of the leeches

(Fig. 1b) supports this hypothesis.
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Identification of a novel splicing mutation of ECM1 in a rare
lipoid proteinosis family

Dear Editor,

Lipoid proteinosis (LP) is a rare autosomal recessive disorder.

In 2002, the disease was found to result from mutations of the

extracellular matrix protein 1 gene (ECM1).1 Here we report a

novel splicing mutation of ECM1 in a rare Chinese LP family.

The only two affected individuals were a 20-year-old girl (7#)

and her 47-year-old mother (4#) (Fig. 1a). The clinicopathologi-

cal features of the two patients were supportive of a diagnosis

of LP (Fig. S1). The parents (4#, 5#) and grandparents (1#, 2#)

of the girl (7#) were non-consanguineous.

The ECM1 genes from all family members were sequenced

according to the reported method.2 Three single base vari-

ances that lead to amino acid substitutions were found in the

ECM1 gene of the mother (4#) (Fig. 1b). Variance p.P169T

occurred in one allele, while variances p.A44T and p.R392W

occurred in the other allele (Fig. 1a).

The girl (7#) inherited variance p.P169T from her mother

(4#), but we did not detect any variance in her other allele,

other than a synonymous variance, c.879G>A, which occurred

in both the girl (7#) and her father (5#) (Fig. 1). This synony-

(a) (b)

Figure 2. Histological analysis of the biopsy specimen shows

a dense cellular infiltrate in superficial and deep dermis com-

posed essentially of lymphocytes with some histiocytes,
plasma cells and eosinophils (hematoxylin–eosin, original mag-

nifications: [a] 92.5; [b] 940).

Correspondence: Jian Chen, Ph.D., Bio-chip Laboratory and Oncology Department, Yantai Yuhuangding Hospital, 20 Yuhuangdingdong Road,

Yantai 264000, China. Email: chenjian-yhdyy@hotmail.com

†These authors contributed equally to this work.

© 2013 Japanese Dermatological Association 675

Letters to the Editor


