
Patho/ogy 

Two-mm punch biopsie!. were removed from her trunk 
on 1he third postnatal day and prepared for lighl and 
electron microscopy by routine procedures. 

Light microscopy 

The dermis contained .iggregated cell infiltrates consisting 
mainly of his1iocytes and, among them. Touton giam cells 
and interrningling lymphocytes and eosinophilic granulo
cytes. No foam cells were seen. No structural changes 
were seen in the epidermis. 

Electron microscopy 

lnfiltraung h1stiocyte!, contained markedly invaginated 
nuclei. a granular endoplasmic reticulum and lysosomes 
(Fig. 2). Touton-type giant cells showed identical cell 
organelle!. and nuclei. but a greater abundance of lysoso
mes and endoplasmic reticula. The nuclei were extremely 
invaginated. presenting bizarre shapes (Fig. 3). 

No fat droplets were present in the cytoplasm, but 
cholesterol clefts wete seen in the cytoplasm (Fig. 3). No 
Laagerhans cell granules could be de1ectcd. 

DISCUSSION 

The finding of histiocytes and Touton-type giant 

cells indicates thal the patient was suffering from 

juvenile xanthogranuloma, although no fat vacuoles 

couid be demoastrated in the skin biopsy. The dis

ease has been separated from histiocytosis X by 

the lack of Langerhans cell granules in the inlitrat

ing cells (7). o such granules were found in the 

present case. In previous electron microscopical 

studie�, fat droplets and lysosomes were reported 

to be a common finding in the infiltrating histio
cytes and Touton cells. Esterly el al. (2) were un
able to detect an enclosing bounding membrane 

around the fat droplets, whereas Kjaerheim et al. 

(3) and Wolff et al. (7) showed such a structure

to be present. None desribed cholesteroi clefts in

the ground cytoplasm of the infiltrating cell:.. such

as is reported herc. The problem concerning the

origin of fat droplets being either metabolic prod

ucts or lysosomal material, i.e. either non-en

closed or enclosed by a bounding membrane, is still

a maner of debate. Cholesterol clefts might indicate

Fig. 2. Electron micrograph of histiocyte!, (H) with con
convoluted nuclei, ly!.osomes (L) and a granular endo
plasmic reticulum (thin arrows ). x 3 900. 

Fig. 3. Electron micrograph of Touton-type giant cell 
shows bizarre nuclei. numerous lyso�omes (L) and granu
lar endoplasmic reticulum (thin arrows). Chole!.terol 
clefts are indicated by thick arrows. X9900. 
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that the fat metabolization in the histiocyte has 

changed in some way. Numcrous primary lysoso

mes may possibly develop into vacuoles of the 

cytoplasm. 

Serial sectioning has demonstrated that multiple 

nuclei of Touton-type giant cells were the result 

of cu1ting the strongly invaginated nuclei (3). Fu

sion of cells due to the complexity of interdigitat

ing protrusions of the cytoplasm has been suggested 

(4). In the present study no remarkable cytoplasmic 

protrusions could be found. Clinically, xantho

granuloma juvenile may bear some resemblance to 

urticaria pigmentosa (5) or histiocytosis X (8). Since 

the disease regresses spontaneously, and malignant 

transformation is unlikely. no treatment is advis
able. 
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Abstract. A 41-year-old Vietnamese refugee was found to 
have tuberculoid leprosy. Dapsone treatment cleared 
her skin lesion, but did not remove the paraesthesia in 
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Fig. I. The pictures show 1he skin changes of 1he pa1ient 
at the first clinical investigation. 

the right ulnar nerve. Jmmunological investigations re
vealed a strongly positive lepromin test and a significant 
change in the ratio of T-y and T-µ, lymphocytes in pe
ripheral blood. The incidence of leprosy in Vietnamese 
refugees in Scandinavia is discussed. 

Key words: Dapsone; Lepromin test; Leprosy: T 
lymphocytes; Vietnamese refugees 

Endemic leprosy disappeared from Scandinavia 

in the middle of this century. Occasionally. it is 

found in immigrants (6). We report here a case of 

leprosy in a Yietnamese refugee. 
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Table L 

Lep- Tuber-
romin culin 

Ratio of T-y/T-µ. s1imu- stimu-
lation lation 

Date Patient Control index index 

04.02.80 38.0 0.8 1.5 8.2 

15.02.SO• 1.9 0.5 7.0 9.5 

29.02.80* 7.7 0.6 1.4 0.9 
28.05.80 5. I 0.5 1.7 n.d. 
15.09.80 3.9 0.6 3.2 15.1 

Stimulation index= The ratio between the DNA synthesis 
in cultures stimulated with antigen and wi1hout antigen. 
An index ;,,2.0 indicates the presence of lymphocytes with 
specificity for the added antigen. 
• The lepromin test was strongly positive at !hese dates.
Treatment started 7.2.82.

CASE REPORT 

A 41-year-old Vietnamese woman came with an eruption 
of red papules on the ulnar side of her right lower arm 
(Fig. I). She had had a few papules for years, whereas 
the present eruption occurred approximately 3 months 
before her first visit in the clinic and 6 or 7 months after 
her arrival in Denmark. She cornplained of paraesthesia 
and reduced sensitivity of the fourth and fiflh right fingers. 
Her right ulnar nerve was enlarged and tender under the 
medial epicondyle. Histological examination of a papule 
revealed pronounced perineural epitheljoid granulomatous 
formation going deeply into the corium. No acid-fast 
bacilli were found. A lepromin test proved positive. with 
both the early (Femandez) and the late (Mitsuda) reac
lion. A tuberculin skin test proved negative (I unit of 
tuberculin). 

Treatment with dapsone was given for 18 months, 
giving clearance of the skin aftcr 9 months. Her para
esthesia persists. The initial dapsone dosage was 25 mg 
daily. later increased to 50 mg daily. without side effects 
or complicarions. 

lmmunological investigations revealed normal quanti
ties of lymphocytes and T lymphocytes in the blood (E
AET, E-4 and E-active techniques were used). How
ever, the ratio between T cells with Fe receptors for IgG 
and lgM (T--y and T-µ, respectively) was reversed before 
vs. during therapy (Table I). Following the lepromin skin 
test we observed a transient positive lepromin reactiviry 
of her lymphocytes in virra and later a reduced tuberculin 
reacti vity in vi tro (Table I). The mitogen reactivity of 
lymphocytes was normal (PHA, Con A. PWM). 

DlSCUSSION 

The major medical problems in Vietnamese re

fugees are caries, parasitic infections, skin in

fections and hepatitis B carrier state (2. 5). A survey 

of 880 refugees in Sweden (2) revealed two cases 



of tuberculoid leprosy. Recently, another case has 

been reported (4). From 1975 to 1982. 3397 Viet

namese refugees have arrived in Denmark. Up to 
thc present. leprosy has been discovered only in 
our patient and in a 61-year old man with tuber
culoid leprosy (Prof. Finn T.  Black, personal com
munication). 

The immune response of the patient was normal 

and consistent with the clinical diagnosis of tuber

culoid leprosy. U sing monoclonal antibodies. Bach 
et al. (I) found no significant change in T lympho

cyte subpopulations in peripheral blood in leprosy. 
In our patient it il> likely that the significant change 
in the ratio between T--y and T-µ. lymphocytes and 
her lymphocyte reactivity in Fitro is a reflection of 
hcr resistance towards the infection. 

The incidence of leprosy in Vietnam i� con

sidered 10 be approximately I % (5). Apparently, 
the incidence in the refugees is much lower. How
ever, Scandinavian doctor� should be aware of its 

existence. 

ACKNOWLEDGEMENT 

The immunological �tudies were supponed by the Danish 
Medical Research Council, grant no. 12-1740. We thank 
Ms Annie Jespcr�cn for her laboratory assistance and 
Mrs Margareta Sommer for her secretarial help. 

REFERENCES 

I. Bach, M.-A., Chatenoud, L., Wallach, D., Tuy, F.
P. D. & Cottenot, F.: Studies on T cell subsets and
functions in leprosy. Clin Exp lmmunol44: 491, 1981.

2. Castor, 8., Frolov, I. & Hansen. C.: lnfection pano
rama among Vietnamese boat people. Läkartidningen
78: 1659, 1981. (In Swedish.)

3. Jensen. J. R .. Cramers, M. & Thestrup-Pedersen.
K.: Subpopulations ofT lymphocytes and non-specific
suppressor cell activity in patients with atopic derrna
titis. Clin Exp lmmunol 45: 118. 1981.

4. Olcen. P. & Fredlund. H.: Lepra hos bå1tlykting.
Repon no. Vecka 41, 1981, from the National Bac
teriological Labora1ory, Oepartmenl of Epidemiology,
S-10521 Stockholm, Sweden.

5. Prag, J., N0rredam, K. & Hardvendel, U.: The health
of 150 Mon-Khmers during the first 30 months in Den
mark. Ugeskr Lceg /41: 3022, 1979. (In Danish.)

6. Schmidt, H.: A case of leprosy diagnosed in Denmark.
Ugeskr La:g /34: 1169, 1972. (In Danish.)

Short reports 83 

White Sponge Nevus: Successful 

Treatment with Penicillin 

A. Alinovi, D. Benoldi and E. Pezzarossa

Deparrme111 of Dermaro/ogy, U11i1·ersi1y of Parma, 
Par,11a. lta/y 

Received May 12, 1982 

Abstract. White sponge nevus is a rare, benign, inherited 
disorder of the mucous membranes. affecting mainly the 
oral mucosa. A casc is reported of white sponge nevus. 
which ,howed a definite improvement following penicillin 
administration. 

Key ..-ords: White sponge nevus; Lcukoderma exfolia
tivum mucosae oris: Penicillin 

Since Cannon first reported 3 cases of white sponge 
nevus (WSN) of the oral muco�a in 1935 (I). fewer 
than 80 cases of this autosomal dominant disorder 

have been recorded in the literature. 

The treatment of WSN is considered unreward
ing, with the exception of penicillin, whose admini
stration was noted to be associated with remission 

in 2 patients (3. 2). The purpose of this report is 
to describe a casc of WSN in which the oral lesions 
almost completely disappeared <luring treatment 
with penicillin. 

REPORT OF A CASE 

A healthy 23-year-old medical student was seen in the 
Skin Clinic of the University of Parma in September 1981 
because of diffuse. white. folded, asymptomatic lesions 
confined 10 the oral mucosa. The onset was no1ed in 
infäncy on the righ1 side of the 1ongue, followed by bi
la1eral involvement of the tongue and cheeks within 2 
years. Aflerwards the condition remained stationary 
despite several therapeutic trials. 

In 1978 he was treated with vitamin A orally (Arovit, 
Roche, llaly) for onc year and then with nystatin (Myco
statin. Squibb, ltaly) for 2 months. unsuccessfully. In 
January 1980 the histologic diagno,i� of leukoplakia was 
made and treatment with liquid nitrogen was given, 
though without any effec1. 

The family history revealed that the patient', mother 
and grandmother had similar white spongy lesions of the 
mouth. whereas one brother and two aunts were not 
affected. Oral examination showed sof1. creamy-white. 
folded, irregular plaques with spongy appearance, located 
on both sides of the tongue and cheeks (Fig. I). No lesions 
were found on the palatc. peritonsillar areas or tips. 
Moreover, conjunctivas. genitalia and anal mucosa were 
not affected. 

The following investigations were carried out and were 
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