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Autoerythrocyte Sensitization Syndrome
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Autoerythrocyte sensitization syndrome (Gardner-Diamond syndrome), also known as
painful bruising syndrome or psychogenic purpura, is a distinctive unusual bruising disorder.
It occurs primarily in young to middle-aged women who usually have psychogenic problems.
To confirm the diagnosis, an intradermal injection of a patient's own whole blood was used.
We present a 41-year-old woman with autoerythrocyte sensitization syndrome, confirmed by
a positive test on her blood. She was emotionally unstable due to a past medical history
of breast cancer. To our knowledge, this is the first reported case in Korean dermatologic

literature. (Anon Dermatol 17(1) 27 ~29, 2005)
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INTRODUCTION

Gardner and Diamond first described autoerythro-
cyte sensitization syndrome (ASS) in 1955, when
they hypothesized that these patients have an abnor-
mal response to bruising, characterized by recurrent
crops of painful ecchymotic lesions'. ASS is generally
associated with emotionally disturbed women, and
most commonly occurs on the arms and legs’. Fever,
abdominal pain and external bleeding are possible.
The pathogenesis of ASS remains unknown. Hema-
tological and immunological findings are usually
normal. Early diagnosis and appropriate psychiatric
management has been reported to be effective’. We
present a 41-year-old woman who was emotionally
unstable due to a past medical history of breast
cancer.

Received September 21, 2004
Accepted for publication December 8, 2004

Reprint request to: Tae Young Yoon, M.D., Department
of Dermatology, College of Medicine & Medical Research
Institute, Chungbuk National University, 12 Gaesin-dong,
Heungdeok-gu, Cheongju, Chungbuk 361-711, Korea.
Tel. 82-43-269-6369, Fax: 82-43-266-1698,

E-mail. tyyoon@chungbuk.ac.kr

CASE REPORT

A 41-year-old woman presented with a recurrent
painful, hemorrhagic bruise on the left thigh. She
reported that she had suffered several similar
episodes on the legs over the last 8 months. These
had regressed spontaneously within 1 to 2 weeks.
The lesion was heralded by a burning or tingling
sensation. She denied any antecedent trauma or
self-induced injury. Physical examination revealed an
ill-defined, extremely painful bruise on the left thigh
(Fig. 1).

Laboratory examination revealed normal hema-
tological parameters including complete blood cell
count, bleeding time, prothrombin time, partial
thromboplastin time, factor VIII, antithrombin III,
protein C and S, and fibrinogen. Past medical history
included a modified radical mastectomy, chemo-
therapy and radiotherapy due to treatment for
cancer on the left breast 2 years before. In addition,
she had been suffering intermittently from recurrent
attacks of migraine and insomnia. During the
enquiry, she seemed to be depressed and hypo-
chondriacal.

On the basis of the characteristic clinical picture
and unstable emotional state, a diagnosis of ASS was
considered. To confirm our suspicion, 0.1 ml each
of the patient's own whole blood and normal saline
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Fig. 1. An extremely painful bruise on the left thigh.

Fig. 2. A painful purpuric papule which developed
at the site of an intradermal injection of patient's own
whole blood (B), but not at that of a saline control
site (C).

was injected intradermally into the left forearm.
After 24 hours, a painful purpuric reaction had
developed at the site of the blood injection but no
change was seen at the normal saline injection site
(Fig. 2). These findings led to a diagnosis of ASS.
She was referred to the neuropsychiatric department,
and given supportive psychotherapy for 2 months.
After 4 months of treatment, no recurrent painful
bruising was observed.

DISCUSSION

ASS is a rare but well recognized condition. It is
seen predominantly in young to middle-aged women.
However, pediatric and male patients have also been
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reported?’. ASS is also called psychogenic purpura
in view of its association with a psychiatric problem
in the majority of patients. The psychiatric problems
include depression, anxiety, personality disorder,
hysterical or masochistic character traits, difficulty
in handling aggression and hostility, hypochondriasis,
guilt feelings and obsessive-compulsive behavior™®.
In addition, a surgical procedure or other forms of
trauma can precede the onset of ASS. There was
even a case report in which copper from an intrau-
terine device caused a marked exacerbation of the
condition’.

The clinical picture is characteristic. A recurrent
type of eruption, which is an extremely painful and
tender bruising, and occurs most commonly on the
extremities but rarely on the face or trunk. The
lesions are often precipitated by emotional stress and
usually resolved within 2 weeks. Patients characc-
teristically describe a burning or tingling sensation
before the onset of cutaneous signs. Abdominal pain,
diarrhea, nausea, vomiting and headache may
occur’.

Although the exact pathogenesis of ASS remains
unknown, emotional upset is generally believed to
be a precipitating factor’. The histopathology shows
only extravasation of erythrocytes in the dermis, and
inflammatory cells are not seen*’.

Diagnosis of ASS is confirmed by an autoery-
throcyte sensitization test. This test consists of an
intradermal injection of the patient's own whole
blood, RBC, hemoglobin, or fractions of erythrocyte
stroma'”. A positive response shows painful purpuric
lesions. Hematological and immunological findings
are usually normal. Since our patient showed the
characteristic clinical picture, we considered a diag-
nosis of ASS. Without a skin biopsy, we performed
an intradermal injection of the patient's own whole
blood and made a diagnosis of ASS. She was referred
to the neuropsychiatric department without delay.
Since then, she has been well.

The differential diagnoses include purpura simplex
and purpura factitia. They are often very difficult to
differentiate, but atypical locations, peculiar mor-
phology, lack of precipitating factors, and positive
autoerythrocyte sensitization test suggest this syn-
drome.

Various pharmacological treatments have been
tried for ASS with limited success. A better response
to treatment was observed when the patient also had
psychiatric treatment, and this was most effective
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when initiated early in the disease™.

The prognosis of ASS is generally good. The
duration of the disease has been reported to vary
from 1 month to 38 years’. No deaths have been
reported from ASS or complications of the con-
dition'®.

of

It is important for the dermatologist to be aware

this rare condition to prevent unnecessary

investigations and to allow early referral of patients
for psychological management.
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