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were rarely audible. The liver and spleen were very tender four to six cm below
the costal margins, respectively. Other physical findings were unremarkable
including the neurologic examination.

The initial and subsequent blood counts with differential and repeated bone
marrow findings are shown in Tables | and ll. Basophils and their precursors along
with the leukemoid reaction were present on the initial peripheral blood smear
(Fig. 1). Initial bone marrow examination displayed a marked increase in basophilic
precursors with rare blast cells. However, morphologic examination of bone
marrow obtained just prior to death showed marked infiltration with myeloblasts
and lymphoblasts which were uniformly negative with myeloperoxidase, Sudan
black B, and periodic acid-Schiff stain. However, metachromasia was present with
toluidine blue in cytoplasmic granules. Chest X-ray revealed a huge mediastinal
mass (Fig. 2). No specific T or ST changes were seen on the ECG and mild
pericardial effusion was detected by echocardiogram. Three milliliters of serous
fluid obtained by pericardiocentesis showed blasts on the smear. The results of
urinalyses and liver function tests did not reveal any abnormalities, and the uric
acid level was normal (6 mg/dl). The patient’s fetal hemoglobin was 0.5% and
leukocyte alkaline phosphatase 78 U (normal values 50-100 U). However urinary
mucopolysaccharide was found to be markedly elevated (109.9 mg; normal 35-58
mg for 24 hours). Due to technical failure, the results of the chromosome analysis
were not available.

The infant’s general condition deteriorated very rapidly following admission and
he died in severe respiratory distress ten days after admission despite vigorous
supportive treatment. Postmortem examination revealed a huge, brown anterior
mediastinal lobulated gray tumor weighing 220 g and measuring 11 x 6 cm in
diameter with numerous areas of necrosis (Fig. 3). Microscopic examination of
" the tumoral mass showed diffuse undifferentiated blast cell infiltration, with
basophilic granules in some. Although, macroscopically, the thymus could not be
identified, microscopic examination of some of the sections of this mass showed
atropic thymic tissue with blast cell infiltration. Diffuse infiltration of these cells
was also present in the cervical lymph nodes, both lungs, trachea, liver and
spleen. Focal infiltration was found in the pericardium, myocardium, kidney,
pancreas and in both testes, but not in the central nervous tissue nor in the
cerebrospinal fluid. Wright-stained touch preparations of the mediastinal tumor,
liver and spleen showed blasts morphologically similar to those observed in the
bone marrow aspiration material. Immature basophils and basophilic granules in
some leukemic cells were clearly demonstrated in the bone marrow (Fig. 4),
stained metachromatically with toluidine blue.
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Discussion

Although basophilia is found in association with various diseases in all age groups,
it is relatively more frequently observed in adult CML in which case it is
considered a poor prognostic sign4.5. Although there are few adult leukemia cases
with prominent basophilia at the time of diagnosis10-12, there is still a question as
to whether it is true basophilic leukemia or a variant of CML. Despite this dispute,
- more recently Wick and co-workers6é have reported four ANLL cases with
basophilic differentiation. They assumed that their cases represented a distinctive

variant of ANLL, as suggested by Groat et al12 in 1936, for which the term
~ basophilic leukemia was used until a complete classification could be made.
Although such cases have infrequently been described in children6-9, none were
as young as this case. ' -

In our case, leukemia was diagnosed prior to death because of the bone marrow

_ infiltration of leukemic cells and the observation of similar blasts in the pericardial

effusion. Post-mortem examination showed different organ and tissue infiltration
of leukemic cells which verified the diagnosis. If ultrastructural studies had been
available, some differentiation of granules could have been made in our case, but
there is no doubt these granules were different from the azurophilic cytoplasmic
granules of lymphoblastic leukemial3. Very recently Miller et al® described a case
of acute leukemia with basophilic cytoplasmic inclusion bodies in which certain
aspects suggested a lymphoblastic phenotype and others a myeloid origin.
Although a morphologically mixed population of lymphoblasts and myeloblasts
were present in our case, the type of leukemia is open to discussion since neither
membrane phenotyping was done nor was terminal deoxynucleotidyl transferase
(TDL) activity measured. We assume that the leukemia started extramedullary,
" most probably as a mediastinal mass, which infiltrated the thymus. However, a
. possible leukomogenic role of the thymus14.15 cannot be ruled out in this case.

- Although the committed basophil precursors have not been clearly defined,
demonstration of a thymic antigen on rabbit basophils may suggest a relationship "
" between T lymphocytes and basophils in ontogeny17. Some functional relations-
hip between basophils and the thymus has also been shown by Schulite-
Wissermann, et al'8, A soluble factor from guinea pig splenic T-lymphocytes
promoting basophils was demonstrated in vitro16, From the above information, it .
could be deduced that basophil production in our patient could have been related
to primary or secondary infiltration of the thymus. Although Adams14 reported a
leukomogenic thymoma in a thirteen-year-old girl, basophilia was not evidenced.

Increased urinary mucopolysaccharide excretion as well as metachromasia of
granules by toluidine blue staining in our patient were compatible with the high
number of basophils?S.
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